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CHAPTER 1

General introduction



Until recently, healthcare was predominantly based on the biomedical model(1, 2). This model
focused on illness and treatment from a biomedical perspective, and therefore placed a central role
on the knowledge of the healthcare professional(3). Healthcare professionals tended to make
decisions about treatments in the best medical interest of the patient, but made these decisions
mostly unilaterally and based on their own knowledge, often without consulting the patient, even if
the patient was mentally competent(2, 4). This resulted in a sometimes asymmetrical relationship
between the patient and the healthcare professional(5, 6). Nowadays, there is a larger emphasis on
the individual choice and autonomy of the patient (5). A patient is no longer only considered to be a
mere collection of biological symptoms and a passive recipient of care, but is approached based on
the biopsychosocial model of health(7). This biopsychosocial approach entails that an illness exists on
interacting biological, psychological and social levels, making the illness experience unique for each
patient(8-10). Many organisations, including the World Health Organization (WHO), endorse this
patient-centred approach, and recommend to place more emphasis on the needs and preferences of
the individual patient(11, 12). A more equal relationship between the patient and the healthcare
professional is encouraged, and shared decision-making, defined as “an approach were clinicians and
patients make decision together using the best available evidence, and where patients are encouraged
to consider options and the likely benefits and harms of each, to achieve informed preferences and
decisions”(13, 14), is viewed as an important component in many decisions made about treatment
and care(1). In this approach, a major role and responsibility is placed on the patient. The patient is
expected to be an expert on his or her health and an active user of care. However, this delegated
proactive role of the patient can place high demands on the patient: The patient has to organise and
coordinate care in an increasingly fragmented, specialised and complex healthcare system, and has to
do this alongside the demands of daily life(15, 16). It is not known to what extent patients are willing

and able to take this active role in their care(17, 18).

Self-management

In 2011, a group of international health experts proposed a new definition of ‘health’, in which health
is described as “the ability to adapt and to self-manage in the face of social, physical, and emotional
challenges” (19). Self-management in this sense can be defined as “the individual’s ability to manage
the symptoms, treatment, physical and psychosocial consequences and lifestyle changes inherent in
living with a chronic condition”(20). One cannot not self-manage. If a patient decides not to engage in
some sort of health behaviour, this can be considered ‘self-management’ as well(21). The term ‘self-
management’ was first used in 1976 by the American psychologist Thomas Creer and colleagues in an

article about rehabilitation and childhood asthma(21, 22). They based this term on the early writings



of the Canadian psychologist Albert Bandura, and used the term self-management to indicate that the
patient has an active role in his treatment(21). Corbin and Strauss built on this work, and described
how a patient has to self-manage in three different areas (21, 23, 24): 1) the illness, or ‘medical
management’, such as taking medication and symptom management; 2) everyday life, or ‘maintaining,
changing, and creating new meaningful behaviours or life roles’, such as household activities, work
and relationships; and 3) their ‘biography’. Biography relates to identifying and maintaining an identity
over a life course. An illness might potentially disrupt the patient’s concept of the self, and the patient
has to make the illness part of his or her identity, by coming to terms with one’s own mortality and
creating a new meaning in life(25). Self-management is thus a comprehensive concept, which is
incorporated in the new proposed definition of health. A study of 2078 Dutch healthcare professionals
from different professions (physicians, nurses and physiotherapists), patients, policymakers and
researchers showed that the majority of respondents have positive associations with the new
definition of health and think it is positive that it refers to self-management(26). However, 42% of the
respondents are in doubt whether all patients are capable of self-management(18, 26).
Self-management gained increasing attention in research and practice(20). Studies on self-
management largely focus on patients with chronic illness, such as arthritis, diabetes or asthma(20,
21). These studies showed that learning patients to effectively self-manage their illness led to a better
self-reported health, less distress and fatigue, higher energy levels, more iliness-related knowledge,
better symptom management and less experienced limitations in social participation(20). Also,
healthcare costs dropped(27). Less is known about the self-management of patients with advanced
iliness. Patients with advanced illness might face problems that are unique for this patient population,
such as a large emotional, social and spiritual impact due to the knowledge that death is nearby (28,
29), and an uncertain illness trajectory with periods of experiencing multiple symptoms that could

result in suffering (30, 31).

Advance care planning

An expression of self-management which may be relevant for patients with advanced illness is
advance care planning (ACP). ACP can be defined as “enabling individuals to define goals and
preferences for future medical treatment and care, to discuss these goals and preferences with family
and health-care providers, and to record and review these preferences if appropriate”(32). It consists
of three key elements: 1) reflection on wishes and preferences for future medical treatment and care;
2) discussing these with healthcare professionals and relatives; and 3) recording and, if necessary,
reviewing these preferences. ACP is relevant for patients with advanced illness, since patients in the

last phase of life often have to make numerous decisions on treatment and care.



The term ACP was first used in the late 1980s and early 1990s(33-36) . Originally, it focused on
the patient’s completion of written documents, such as advance care directives or do-not-resuscitate
orders, to be used in case the patient lost mental capacity in order to make decisions for him or
herself(32). Nowadays, ACP is no longer seen as the mere completion of these documents, but as a
process of thinking and talking about wishes and preferences at the end of life, with the option of
drawing these up in an advance care directive(37, 38). ACP empowers patients to formulate their
preferences about treatment and care, based on their values and beliefs. The process of ACP can both
be used to extend the decisional capacity of the patient when he or she becomes mentally
incompetent, but can also serve as a basis for patients who retain their mental competence(34). ACP
helps patients thinking about and preparing for death (37, 39).

A systematic review on the effects of ACP on end-of-life care by Brinkman-Stoppelenburg and
colleagues(34), showed that ACP has a positive impact on end-of-life care and quality of life. Research
on ACP often focusses on patients with cancer(34). ACP could be very beneficial to other groups as
well, but some research has shown that other groups of patients, such as those with cardiovascular
disease, engage in ACP less often than patients with cancer(40-44). However, little research has been

done on ACP in non-cancer populations(45, 46).

Cancer and cardiovascular disease

In this PhD thesis, | will focus on two populations: patients with cancer in an advanced stage, and
patients with cardiovascular disease, in particular those with an implantable cardioverter defibrillator
(ICD). Cancer and cardiovascular disease are currently the two main causes of death worldwide(47).
For both patient groups, self-management and ACP might be very important and relevant, due to the
far-reaching implications of the illness on everyday life and due to the extended illness trajectory(48).

In the following section, | will briefly describe both patient groups.

Advanced cancer

Cancer is a common diagnosed illness(47). On January 1%, 2018, more than 600.000 people in the
Netherlands had some sort of cancer, with the most common types being breast cancer (136.100
patients), skin cancer (109.500 patients), prostate cancer (83.800 patients) and colon cancer (80.500
patients)(49). In 2018, 47.000 people died of cancer, which makes it the most common cause of death
in the Netherlands, accounting for 30% of all deaths(50). The illness trajectory of advanced cancer is
usually rather predictable, and is characterised by a gradual and stable phase with little deterioration
in health which can take several years, after which a sudden and rapid decline in health will take place,

which will eventually end with death (Figure 1)(48).
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Advanced cancer is cancer that cannot be cured anymore(51). This does not directly mean
that the cancer is not treated. Rather, treatments no longer focus on curing the illness, but have a
palliative approach: slowing down the iliness progression and prolonging life, controlling symptoms
and maintaining quality of life(52). Advanced cancer greatly disrupts the patient’s life, with many
symptoms in physical, psychological, social and spiritual domains, such as pain, fatigue, lack of energy,
depression, anxiety, and spiritual distress, which can range from mild to very severe(53-55).

Self-management is important for patients with advanced cancer to deal with the
consequences the illness has on daily life(52, 56). However, research on self-management of patients
with cancer usually focusses on cancer in non-advanced stages. Living with advanced cancer may be
very different, since the patient is living with the knowledge of having a shorter and uncertain life
expectancy, an inevitable deterioration in health and often a high symptom burden(29, 31). Also, due
to new treatments and technology, patients with advanced cancer live longer than before, and as a
consequence need to deal with uncertainty and the consequences of the illness on a longer term(57,
58). Patients often spend the largest part of their time at home and not in contact with their healthcare
professionals, trying to live with the consequences of their illness and treatment. However, this part
is relatively unknown to clinicians and researchers. Better insight in the self-management of patients
with advanced cancer and the difficulties they experience will shed more light on the complexity and
on the necessity and importance of self-management. Also, better insight is important to be able to
provide the best support for these patients(56). Therefore, | will examine self-management of patients

with advanced cancer in this thesis.

Cardiovascular disease — the implantable cardioverter defibrillator

Cardiovascular disease is, after cancer, the second leading cause of death in the Netherlands. In 2018,
38.000 patients died of the consequences of cardiovascular disease, accounting for 25% of the deaths
in the Netherlands(50). Chronic cardiovascular disease is characterised by episodes of acute illness,
from which patients may recover (Figure 1)(48). In these episodes, patients are often hospitalised and
receive intensive treatment. Patients usually survive numerous episodes of acute illness, although a
decline in health and functioning is apparent in the long term. Although a patient could die in any of
these episodes, the eventual time of death is uncertain, which can give the feeling of a sudden and

unexpected death once the patient dies.

11
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Figure 1. lliness trajectories of cancer (first graph) and heart and lung failure (second graph),

adapted from Murray et al. 2005(48)

A proportion of patients with cardiovascular disease have an ICD implanted. The ICD is a small
electronic device, developed by the cardiologists dr. Michel Mirowski and dr. Morton Mower in the
late 1960s (Figure 2) (59, 60). It is implanted under the skin of the chest or abdomen of the patient,
and has up to three electrodes or ‘leads’ running into the heart(61). It constantly analyses the hearth
rhythm and intervenes when a ventricular arrhythmia arises, by giving rapid electronic pulses (anti-
tachycardia pacing; ATP), or a strong electrical shock, thereby preventing death(62). The ICD also has
a pacemaker function. The ICD is implanted for secondary prevention in patients who have
experienced a cardiac arrest prior to receiving the ICD, or, more often, for primary prevention in
patients who have a higher risk of a cardiac arrest, but not yet experienced one(63). It is estimated
that in the Netherlands, 55.000 people have an ICD, and this number is rising(64, 65). In 2018, 6413
new ICDs were implanted(66).

Although the ICD is aimed at prolonging life, patients will eventually die, either due to a
deterioration of their underlying heart disease, other ilinesses such as cancer, or old age(67). For ICD

patients who are in the last phase of life, the ICD could potentially complicate the dying process, by
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delivering inappropriate shocks. A landmark study from the USA, performed by Goldstein and
colleagues in 2004, showed that up to 27% of patients experienced a shock in the last month before
death, and 8% of patients experienced shocks in the last minutes(68). Another study from Sweden
from 2014 showed that this percentage was even higher: up to 31% of patients received an ICD shock
in the last 24 hours of life(69).

ICD patients in the last phase of life may be faced with the decision whether or not to
deactivate the shock function of their ICD at some point, to avoid inappropriate shocks. However, this
is not a conversation easily started or a decision easily made. At the same time, having conversations
with patients is crucial to make them aware of the implications of having an active ICD at the end of
life. Multiple guidelines have elaborated on this, and recommend to timely and frequently discuss ICD
deactivation throughout the iliness trajectory(67, 70, 71). It is however unknown to what extend these
conversations are held, and whether these lead to an increase in deactivation. ACP could potentially
be helpful for patients with an ICD to think, talk, and record their preferences about ICD deactivation.
ACP has rarely been studied in cardiology, and specifically in patients with an ICD, while ACP could be
very relevant for these patients(45). Therefore, in this thesis, | will examine the last phase of life and

the practice of ACP in a population of patients with an ICD.

Implantable cardioverter defibrillator (ICD)

Pulse
generator

Figure 2. A dual lead ICD in place(72)
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Aims and research questions

The overall aim of this thesis is to provide insight into the self-management behaviours and ACP
practices of patients living with advanced illness. This thesis includes studies on self-management in
patients with advanced cancer and studies on ACP in patients with cardiovascular disease, specifically

those with an ICD.

Part | of this thesis addresses self-management in a population of patients with advanced cancer. The
aim of this part is to better understand the consequences of having advanced cancer and patients’
self-management to deal with these consequences. Further, the aim was to examine healthcare
professionals’ experiences and attitudes towards patients’ self-management, and their perceived

roles in self-management support.

The research questions of part | of this thesis are:
1. How do patients with advanced cancer deal with the consequences of their illness and its
treatment?
2. What factors influence self-management of patients with advanced cancer?
3. What are the experiences and attitudes of healthcare professionals towards self-management
of patients with advanced cancer, and what self-management support roles can be

distinguished?

Part Il of this thesis focusses on patients with an ICD. The aim of this part is to examine the last phase
of life of patients with an ICD, and to examine the experiences of patients, relatives, and healthcare
professionals with ACP conversations about whether or not to deactivate the shock function of the

ICD.

The research questions of part Il of this thesis are:
4. What is the impact of having an active ICD in the last phase of life?
5. How and when are decisions about ICD deactivation made, and what factors influence these
decisions?
6. What barriers do patients and relatives experience towards ACP conversations about ICD
deactivation?
7. What barriers do healthcare professionals experience towards ACP conversations about ICD

deactivation?
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Outline of this thesis
Part | of this thesis (chapter 2 to 4) aims at describing self-management in a population of patients
with advanced cancer. Chapter 2 gives an extensive overview of the literature on this topic and covers
the self-management strategies patients with advanced cancer use on which domains. Chapter 3
covers a large qualitative study in Dutch patients with advanced cancer, to explore the consequences
of living with advanced cancer, to explore their self-management, and to examine the factors that
influence self-management. Chapter 4 covers the experiences of healthcare professionals with self-
management support of patients with advance cancer.

Part Il of this thesis (chapter 5 to 9) aims at describing ACP in a population of patients with an
ICD. Chapter 5 presents a systematic review on ICD shock incidence and the impact of these shocks at
the end of life. Chapter 6 covers a retrospective case study on a Dutch population of deceased ICD
patients, and describes the ICD shock incidence, the occurrence of deactivation conversations and
deactivation rates. Chapter 7 and chapter 8 describe the experiences of ICD patients and their
relatives with the last phase of life, their experiences with ACP, and the barriers towards ACP. Chapter
9 covers a viewpoint which elaborates on the barriers healthcare professionals experience concerning
ACP in patients with an ICD, and how these could be overcome. The main findings of chapter 2 through

9 are discussed and reflected on in chapter 10 and are summarised in chapter 11.

Part | of this thesis was financially supported by the Netherlands Organization for Health Research and
Development (ZonMw, grant number 80-84400-98-076). Part Il of this thesis was financially support
by the Innovational Research Incentives Scheme Vidi of the Netherlands Organisation for Scientific
Research (NWO, grant number 91717386, dr. Rietjens) and by an EUR Fellowship of the Erasmus
University Rotterdam (dr. Rietjens). All these funding organisations did not have any involvement in

the performance of the study and publications.
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ABSTRACT

Background

Patients with advanced cancer are increasingly expected to self-manage. Thus far, this topic has
received little systematic attention.

Aim

To summarise studies describing self-management strategies of patients with advanced cancer and
associated experiences and personal characteristics. Also, to summarise attitudes of relatives and
healthcare professionals towards patient self-management.

Design

A systematic review including non-experimental quantitative and qualitative studies. Data were
analysed using critical interpretive synthesis. Included studies were appraised on methodological
quality and quality of reporting.

Data sources

MEDLINE, Embase, Cochrane Central, PsycINFO, CINAHL, Web of Science and Google Scholar (until 11
June 2019).

Results

Of 1742 identified articles, 31 moderate-quality articles describing 8 quantitative and 23 qualitative
studies were included. Patients with advanced cancer used self-management strategies in seven
domains: medicine and pharmacology, lifestyle, mental health, social support, knowledge and
information, navigation and coordination and medical decision-making (29 articles). Strategies

were highly individual, sometimes ambivalent and dependent on social interactions. Older patients
and patients with more depressive symptoms and lower levels of physical functioning, education and
self-efficacy might have more difficulties with certain self-management strategies (six articles).
Healthcare professionals perceived self-management as desirable and achievable if based on
sufficient skills and knowledge and solid patient—professional partnerships (three articles).
Conclusion

Self-management of patients with advanced cancer is highly personal and multifaceted. Strategies
may be substitutional, additional or even conflicting compared to care provided by healthcare
professionals. Self-management support can benefit from an individualised approach embedded in

solid partnerships with relatives and healthcare professionals.
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INTRODUCTION

Learning that one’s cancer has progressed to an advanced and incurable stage is for most patients and
their relatives an overwhelming experience that often includes shifting from curative treatment to
focusing on life extension and/ or quality of life. Because patients have to live with the prospect of
impending death and are increasingly unable to continue their daily activities and fulfil their usual
social roles, they need to deal with considerable emotional, psychosocial and lifestyle
consequences(1). They do this in the face of increasing multidimensional symptoms, such as fatigue,
pain, anxiety and depression(1-4). Although usually, many healthcare providers are involved in
medical care(5,6), most of the time, patients, together with their relatives, need to manage a huge
part of their care and lives them- selves. This can be highly complex.

In recent years, patients have been increasingly stimulated to actively manage their health:
healthcare policies have shifted towards out-of-hospital delivery of care, partly driven by increasing
numbers of patients(7), workforce challenges(8) and a tendency to reduce costs(9). Self-management
has frequently been studied in the context of chronic diseases, such as diabetes. In this context, self-
management has been defined as ‘the person’s ability to manage the symptoms, treatment, physical
and psycho-social consequences and lifestyle changes inherent in living with a chronic condition’(10).
Key to this definition is that self-management involves more than management of problems in the
medical domain. A growing body of evidence demonstrates that people living with chronic conditions
might use a wide range of self-management strategies, such as adhering to a special diet and dealing
with emotions(10-18).

Because advanced cancer is generally characterised by a shorter prognosis compared to
chronic diseases, such as diabetes, and increased complexity of healthcare (including rapid medical-
technological developments, such as immunotherapy), self-management domains and strategies
observed among patients with chronic diseases can- not self-evidently be extrapolated to patients
with advanced cancer. Yet, self-management of patients with advanced cancer has received
surprisingly little systematic attention. Several studies have assessed the topic, but among these
studies, there is a lack of conceptual clarity (e.g. inconsistent use of terms like self-management, self-
care and self-help; either a broad focus or a focus on certain domains, such as symptom self-
management) and a large degree of heterogeneity regarding study designs and patient populations
(e.g. all cancer types vs specific cancer types). Previous reviews have shown that patients with
advanced cancer engage in multiple different self- management behaviours, including psychosocial
and emotional strategies, to manage the end of life, such as preparing for death(19,20). However, one

systematic review was published in 2009(20), whereas especially in the past decade, healthcare
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policies have increasingly steered towards out-of-hospital care and patient self-management,
presumably affecting self-management experiences. The other review concerns a scoping review that
predominantly focuses on self-management support interventions and lacks quality appraisal of the
included studies(19) In addition, both reviews only assess patient perspectives, while it is also relevant
to include perspectives of relatives and healthcare professionals(21-25). Comprehensive insight in
self-management of this vulnerable patient population is needed to develop healthcare policies and
self-management support programmes that are tailored to the needs and abilities of patients and
their relatives, while also fitting in the healthcare system. Hence, this integrated systematic review of
empirical studies aimed to obtain this insight by thoroughly analysing the non-experimental evidence
currently available. For the population of patients with advanced cancer, we therefore examined the

following:

1. The concept of self-management and its domains;
2. Patients’ self-management strategies and corresponding experiences;
3. Patient characteristics that might be associated with the use of self-management strategies;

4. The attitudes of relatives and healthcare professionals towards patient self-management.

METHODS

Design

Following the principles of a mixed research synthesis(26), we conducted a systematic review(27) of
published non- experimental quantitative and qualitative research. We used the Preferred Reporting
Items for Systematic Reviews and Meta-Analyses (PRISMA) guidelines for reporting and presentation

of the flow of information through the different phases of the review(28).

Data collection

With help of biomedical information specialists (G.d.J. and W.B.), systematic electronic searches were
per- formed in MEDLINE (Ovid), Embase, Cochrane Central, PsycINFO (Ovid), CINAHL (EBSCO), Web of
Science and Google Scholar from inception until 11 June 2019. Supplementary Table 1 lists the search
terms. Search components consisted of Medical Subject Headings (MeSH terms) or equivalent and
free text words related to (1) self-management (identified using MeSH trees and search strings of
previous research) and (2) advanced cancer. No automatic restrictions were placed on study type and

year and language of publication. Articles were entered in Endnote, and duplicates were removed.
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Study selection

Articles were included when they met the inclusion criteria (see Box 1). To determine eligibility of
articles that purported to be on self-management (or a related search term), we adapted Barlow’s
self-management definition to the context of advanced cancer(10). The advanced cancer criterion was
considered met when articles specifically addressed a population of patients with cancer that was
‘unlikely to be cured’.29 Healthcare professionals may also use the terms ‘secondary’, ‘metastatic’,
‘terminal’ or ‘progressive’ cancer to describe it. Studies were only included if they reported results
specifically for this patient group (i.e. studies addressing a mixed population with various cancer stages
were excluded if they did not stratify results according to cancer stage). We selected articles with non-
experimental quantitative, qualitative and mixed-method study designs(26).

Two reviewers (K.d.N. and S.l.v.D.) independently used a stepwise procedure to identify
relevant articles. In case of disagreement, consensus was reached through discussion with a third
reviewer (J.A.C.R.). Study selection was carried out with the online software Covidence(30). Articles
were first screened based on title and abstract. Subsequently, remaining articles were screened based
on full text. Articles of references selected for full text evaluation were downloaded, or, if not
electronically available, requested from the first author. If full text articles were excluded, the first of
the hierarchical inclusion criteria not satisfied (see Box 1) was considered the main reason for
exclusion.

Box 1. Inclusion criteria for study selection.

1. Articles concerning self-management (i.e. ‘the strategies used by persons to manage the
symptoms, treatment, physical and psychosocial consequences and lifestyle changes inherent
in living with advanced cancer’)(10).

2. Articles concerning patients with advanced cancer (i.e. ‘cancer that is unlikely to be cured’)(29).

3. Articles concerning perspectives of patients with advanced cancer, their relatives (not
necessarily restricted to family members, but could also include significant others, for example,
close friends) and/or healthcare professionals.

4. Articles concerning empirical research with a non- experimental quantitative, qualitative or
mixed-methods study design and a sample size of >1 (i.e. no case studies, case reports, reviews
and intervention studies)(26).

5. Articles published in the English or Dutch language in peer-reviewed scientific journals (i.e. no
conference proceedings, abstracts and posters).

6. Articles concerning adults (>18 years) only.

Quality appraisal

Two reviewers (K.d.N. and R.S.) independently appraised the quality of included studies.
Methodological quality of quantitative studies was assessed using a modified version of the guidelines
of Cochrane Netherlands(31,32). This form consists of the following seven items: (1) research
hypothesis, (2) study population, (3) selection bias, (4)exposure, (5) outcome, (6) confounding and (7)

general opinion. Each criterion was assigned a score of 1 when it was sufficiently met, a score of 0

27



when it was insufficiently met or a question mark when it could not be rated due to lacking
information. For each of the studies, a total score was calculated (ranging from 0 to 7). The quality of
reporting of the qualitative studies was assessed with the consolidated criteria for reporting
qualitative research (COREQ) checklist, which is recommended by Cochrane Netherlands(33). The
COREQ checklist also includes aspects of methodological quality and is applicable to various types of
qualitative research(33,34). It consists of 32 items that evaluate three domains, that is, (1) research
team and reflexivity, (2) study design and (3) analysis and findings. Each criterion was assigned a score
of 1.0 when it was properly described, a score of 0.5 when it was partially described or a score of 0.0
when it was not or unclearly described. For each of the studies, a total score was calculated (ranging

from 0.0 to 32.0). Disagreements were discussed and resolved.

Data extraction and data analyses

To systematically extract data from included articles, we developed a data extraction form. This form
included items on general study characteristics and characteristics of the study population. It also
included open items about the definition of self-management and the self-management strategies
addressed. We also extracted information regarding patients’ experiences and characteristics
associated with these self-management strategies. In addition, we extracted information concerning
the attitudes of relatives and healthcare professionals towards patient self- management. The
extraction form was completed by two reviewers (K.d.N. and S.l.v.D.); disagreements were solved by
discussion.

Data were analysed using critical interpretive synthesis(35). Departing from the framework of
self-management support components developed by Barlow and colleagues in the context of chronic
diseases(10), we categorised self-management strategies into domains. Subsequently, we integrated
data on self-management strategies with data on corresponding experiences, and compared these
findings within and across self-management domains. In addition, we interpreted findings in light of
self-management definitions provided by the included studies and com- pared them with findings

from the context of chronic diseases.

RESULTS

Study selection

The database search yielded 2935 articles (see PRISMA flowchart in Figure 1). After removal of

duplicates, 1742 articles were screened based on title and abstract. The remaining 187 articles were

screened based on full text. Finally, 31 articles about 31 unique studies were included for analysis.
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Eight of these articles had a quantitative study design and 23 of them had a qualitative study design

(see Table 1).

Records identified through
database searching

(N=2935)
.| Duplicates excluded
| (N=1193)
v
Records screened on title and
abstract
(N=1742) Records excluded
| (N=1555)
v
Full text articles assessed for Full text articles excluded
eligibility (N=156);
(N=187) Main reason:

* Not about self-management (N=60)

* Not about advanced cancer (N=39)

A 4

v * Not about perspectives of patients, relatives,

and/ or healthcare professionals (N=40)

Articles included - :
* No empirical and non-experimental

(N=31) quantitative, qualitative, or mixed-methods

research design with sample size 21 (N=14)

* Not published in English or Dutch peer-
reviewed, scientific journals (N=2)
* Not among adults only (N=1)

Figure 1. Process of study selection (PRISMA flowchart).

Quality of included studies

For non-experimental quantitative studies, the mean total methodological quality score was 5 out of
7 (range: 4—7; see Table 1). The studies had good ratings on the criteria for ‘Research hypothesis’,
‘Study population” and ‘Outcome’, but nearly all of them scored poorly on the criteria for ‘Selection
bias’ and ‘Confounding’. For qualitative studies, the mean total score for quality of reporting was
19.0 out of 32.0 (range: 12.5-25.0). Almost all qualitative studies had poor ratings on the first domain,
‘Research team and reflexivity’. Generally, studies with the highest scores on the first domain also
provided sufficient information on the domains ‘Study design’ and ‘Analysis and findings’, thus

resulting in a higher overall quality score.
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Study characteristics

Study populations of 28 studies consisted of patients (see Table 1), one study was conducted among
healthcare professionals only, and two studies contained both groups. None of the studies assessed
the perspective of relatives. All but seven articles described assessment of self-management of
patients residing primarily at home(36—42). Except for five studies that were performed in Brazil,
China, Thailand and Turkey, respectively(36—38,41,42), studies were conducted in high-income
countries, such as Australia (seven studies), Canada (one study), the United Kingdom (eight studies),
the United States (five studies) and Scandinavia (five studies). Eighteen studies included various cancer
diagnosis groups; the other studies specifically focused on lung cancer(38), breast cancer(36,43-47),
prostate cancer(48), hepatocellular cancer(49) or myeloma(43). Some studies focussed on assessing
specific self-management strategies, such as medication management(50), or the use of

complementary and alternative medicine(36,51)
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The concept of self-management and its domains in patients with advanced cancer
Self-management definitions. Twenty-one of the 31 included articles did not explicitly define self-
management or any of the related terms. Three of the included articles provided a definition of ‘self-
management’(47,52,53). Three other articles defined ‘self-care’(43,54,55). These definitions are
described in Box 2. One of the definitions relates self- management to self-care, describing self-
management as ‘maintaining ones usual practices of self-care’(55). While some definitions
conceptualise self-management as behaviours (or strategies, actions, activities, practices)(43,53-55),
others also include patients’ self-management skills, such as action-planning and using
resources(47,52). Most definitions focus predominantly on the patient, with one of them explicitly
emphasising the aim of self-mastering problems rather than relinquishing these to others. Yet, two
definitions assign a role for relatives and healthcare professionals as well, describing self-management
as a participatory process that may even be undertaken to serve (well-being of) others(54). Finally,
the self-management definitions cover various domains of health and functioning and include
different self-management outcomes, for example, enhanced quality of life(43,54), maintenance of
physical and mental health and/or daily functioning(43,54), reduced symptom burden(53) and
increased coping(53).

Self-management domains. Self-management strategies used by patients in the 29 non-
experimental quantitative and qualitative studies could be categorised into seven overarching
domains: medicine and pharmacology, lifestyle, psychology/mental health, social support, knowledge
and information, navigation and coordination and medical decision-making (see Table 2). Five studies
pro- vided information about one self-management domain(36,40,51,54,55), five studies reported on
two self-management domains(44,56-59) and the remaining 19 studies covered three or more self-

management domains.

Box 2. Definitions of self-management or related terms in the included articles.

‘Self-management’ (three articles):

e ‘Self-management has been defined as any behaviour which an individual engages in
specifically to try and relieve, minimise or prevent pain or more broadly to cope with their
illness’(53).

e ‘Self-management involves daily behaviours that individuals perform to handle a health
condition, it includes the skills of problem solving, goal setting, decision making, using
resources, forming patient- provider partnerships, action planning, and self- tailoring’.47

¢ ‘Self-management has been described as a participatory process where patients and clinicians

develop strategies together to equip patients with the skills and knowledge to manage the
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impact of the condition, monitor their disease and make effective use of support services
outside of the clinical setting’(52).
‘Self-care’ (three articles):

e ‘Self careincludes the actions individuals and carers take for themselves, their children and their
families to stay fit and maintain good physical and mental health; meet social and psychological
needs; prevent illness or accidents; care for minor ailments and long-term conditions; and
maintain health and well-being after an acute illness or discharge from hospital’(54).

o ‘Self-care can be used as an umbrella term to refer to all activities of self-management. [. . .]. It
is defined as “maintaining ones usual practices of self-care — those things that are important
and unique to oneself in maintaining ones sense of self. . . being given the means to master or
deal with problems, rather than relinquish them to others”(55).

o ‘Self-care involves the voluntary use of activities to promote one’s own well-being. Self-care has
been defined as the range of voluntary activities that an individual uses to maintain life, health

and well-being’(43).

Self-management strategies and corresponding experiences of patients with advanced cancer
Non-experimental quantitative results concerning self- management strategies and corresponding
experiences of patients with advanced cancer are displayed in Table 3. The results of the qualitative
studies are presented in Supplementary Table 2.

Medicine and pharmacology. Medical and pharmacological strategies varied from self-
monitoring(49) and self-administering medications and following prescribed treatment
regimens(37,47,58,60) to adjusting or discontinuing treatment schedules and taking extra doses of
additional (pain) medications(39,41,42,47,50,52,61-63). Patients used self- monitoring to better
understand and describe their disease(49). Reasons for not taking medications as prescribed included
a desire to alleviate suffering(62), attempts to find the optimal balance between beneficial and
adverse (side) effects(39,50,63), fears of tolerance and addiction(63), non-pharmacological
alternatives to manage pain(63), preferring ‘grip on the pain’ over ‘becoming pain free’(61), sedative
side effects that were experienced to be a ‘threat to usual self’(61) and uncertainty about treatment

efficacy(49).

Table 2. Self-management domains and self-management strategies used by patients with
advanced cancer (29 studies)

Self-management domains Self-management strategies

Studies addressing the respective domain: (N)

Medicine and pharmacology * Monitoring symptoms, bodily changes,
(N=14)37:39:41,42,47,49-50,52,58,60,61-63,67 treatment effects, and/ or disease risks
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Lifestyle
(N=26)36,37,40-48,51, 52, 54-63, 65 - 67

Psychology/ Mental health
( N:9)42, 43,45,46,48,55,60-62

Social support
(N:22)37,39, 41, 43-48, 50,52,55-57,59-63,65-67

Knowledge and information
( N= 12)39,42,45,47-50,52,60,61,65,67

Navigation and coordination
( N:9)39,42,47,48,50,55,60,62,63
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e Self-administering medication

¢ Adhering to prescribed treatment schedules
¢ Adjusting or discontinuing treatment
schedules (e.g. taking extra drug doses during
breakthrough pain, replacing conventional
treatment with alternative therapies, omitting
use of medications)

¢ Adjusting nutrition and diet

» Adjusting exercise (e.g. exercising more,
balancing rest and physical activity)

¢ Practising complementary and alternative
medicine (e.g. taking medicinal herbs,
practising meditation, Reiki, or homeopathy)
e Practising religion

¢ Using relaxation

¢ Performing leisure activities (e.g. doing
sports or creative activities)

¢ Maintaining daily routine by adjusting
activities (e.g. by taking breaks/ naps during
the day, dividing activities into smaller parts,
using assistive devices)

¢ Not making any lifestyle changes

* Keeping a diary

¢ Using mindful self-help strategies (e.g.
practising assertive self-talk, focusing on
feelings and thought of control, acceptance,
and/ or positivity, readjusting purpose,
expectations and meaning, channelling
thoughts of own death towards future well-
being of loved ones)

¢ Doing meaningful (charity) activities (e.g.
volunteering, promoting cancer awareness)
¢ Seeking support from relatives and friends
e Seeking support from healthcare
professionals

¢ Seeking support from other cancer patients;
engaging in (online) support groups

* Providing and/ or arranging social support to
friends and relatives

e Limiting social interactions to certain people
or moments (e.g. selective communication,
social isolation)

» Seeking information about disease and/ or
treatments

* Seeking information about self-care

¢ Avoiding or neglecting information

¢ Coordinating medical services (e.g. obtaining
and exchanging health-related documents)



¢ Delegating aspects of care (e.g. obtaining
medications, deciding on pain treatment
approach) to others

¢ Coordinating and staying in charge of
information dissemination to relatives

¢ Making financial and practical plans (e.g.
arranging funeral, arranging practical support
at home)

Medical decision-making ¢ Making informed decisions about treatment
(N=8)39/46-49,62,65,66 e Engaging in advance care planning
¢ Short-term goal-setting

N: Number

Lifestyle. Within the lifestyle domain, we identified different self-management strategies.
Three non-experimental quantitative studies showed that 24%-56% of the patients used physical
exercise to manage symptoms, for instance, fatigue(37, 43,56). Two quantitative studies(37,57) and
three qualitative studies(46,52,54) showed that many patients changed their diet (i.e. 70%-82%
adopted a balanced diet). The two quantitative studies also indicated that 92% and 89%, respectively,
used relaxation to relieve cancer symptoms(37,57). In addition, six quantitative studies showed that
26%—-72% of the patients used at least one complementary and alternative medicine modality
(classified according to the criteria provided by the National Centre for Complementary and
Alternative Medicine)(64), such as acupuncture or homoeopathy(36,37,43,56-58). Both quantitative
and qualitative studies provided evidence that patients experienced benefits from using
complementary and alternative therapies, such as an improved quality of life(40,51,55,65). Generally,
health behaviours were adopted or changed in order to prolong life(40,58), boost strength, energy
and immunity(52,58), improve quality of life(40,51,62), increase feelings of control and
independence(40,54) and please relatives(40,54). Some patients decided to spend more time on their
hobbies or engaged in new hobbies to distract them from disease-related symptoms and
concerns(41,42,48,61-63), maintain physical ability48 or get a sense of enrichment(48,59). At the
same time, patients indicated to strive for normality and maintenance of usual daily activities: 10
qualitative studies(45-48,55,59-62,66) and 1 quantitative study(67) showed that this was of great
importance to most of them among others because it made them feel functional and helped them to
maintain role, self and independence. For some patients, continuing life as it used to be was so
important that they deliberately chose not to make any major lifestyle changes at all(45). Other
patients maintained their daily routine using assistive devices, adjusting activities, dividing tasks into

smaller parts or taking more breaks during the day(61-63,66).
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Psychology/mental health. Several patients managed their psychological well-being by
keeping a diary(43) and participating in meaningful charity activities, such as volunteering and
promoting cancer awareness(46,48). Furthermore, eight qualitative studies showed that patients used
assertive self-talk or tried to control or accept their situation, readjust purpose, expectations and
meaning in life, think of their family’s future well-being rather than of their own death and focus on
positive thoughts (e.g. good memories) and feelings(42,45,46,48,55,60-62). This often enhanced
coping with the disease, but could also lead to psychological turmoil when motives were
incompatible(48).

Social support. Four quantitative(37,43,56,57) and 15 qualitative studies(39,45—
48,50,52,55,59-63,65,66) indicated that many patients sought support from relatives and friends
(28%— 94% in the quantitative studies). This was mentioned as an effective strategy by 61% and 100%
of the patients in two quantitative studies on pain management and general symptom management,
respectively(37,57). Besides seeking social support, providing or arranging social sup- port for relatives
was also mentioned as a self-management strategy(45—48,62). Patients considered maintaining or
intensifying relationships with relatives important, because it gave them emotional
strength(45,57,60,65), provided distraction from their cancer symptoms(62), made them feel
important and helpful to others(62), protected their identities and usual social roles(48) and enabled
them to rely on relatives in case their condition would worsen(39). In several qualitative studies,
however, patients also mentioned that they found it difficult to accept or ask for support from
relatives and friends, because they did not want to be a burden(55,59-63,65). Some of them only
asked for help when they could no longer perform their usual activities(50,60,61,63,66) or restricted
their social contacts to close relatives or moments when they felt good(57,66). Some patients
mentioned selective communication of their thoughts and emotions or self-isolation as strategies to
protect themselves and their loved ones from mental and emotional distress(48,52,57,63). A
guantitative study among women with metastatic breast cancer demonstrated participation in cancer
support groups (45%), Internet chat groups (8%) and other cancer support programmes (18%)(43).
Compared to support from relatives and friends, support from fellow patients was sometimes
perceived to be more effective(55,59,65). Some patients experienced professional support as positive
when the severity of their pain increased(41), others reported that this depended on the person
providing it(55,60,62,65). According to other patients, healthcare professionals listened insufficiently
or paid too little attention to their emotional needs(50,61,65).

Knowledge and information. Several patients searched for more information about their
disease, care and treatment(37,39,42,47-49,52,61,65,67). Most of them perceived this as an effective

strategy to manage symptoms and other disease consequences, as it empowered them to optimise
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both their physical and psychological well-being(48,52). Also, lack of understanding of, for example,
the meaning of palliative care or cancer symptoms could lead to confusion and concerns and,
subsequently, hamper effective self-management(47,60). However, when obtaining useful
information was complicated, this could also become a burden(47). Some patients preferred not to
think, talk or read about cancer over obtaining knowledge and information, as this made them feel
able to exert control over their disease experiences and protected them from sad feelings(45).

Navigation and coordination. Three studies described how patients prepared for their death
by making financial and practical plans (e.g. planning funeral, sorting out affairs)(48,55,62). This was
considered beneficial, because it enhanced patients’ feelings of control over their death and the future
well-being of their families, thus also protecting their own identities and family roles(48). In another
study, patients with advanced breast cancer coordinated medical services between different
healthcare providers, for example, by collecting and exchanging health-related documents(47).
Patients also coordinated their care by delegating some of its aspects (e.g. responsibility for making
and attending medical appointments, decisions on pain treatment approach) to relatives and
friends(47,50,63), and by delegating or staying in charge of information dissemination from healthcare
professionals to relatives or vice versa(39,63). A study among older patients who received outpatient
cancer treatment and lived alone in rural areas showed that these patients perceived limited control
over practical arrangements (e.g. arranging treatment schedules and public transport back home) and
experienced navigating through the healthcare system (e.g. ordering tests, making appointments) as
very energy-consuming(60).

Medical decision-making. Several patients participated in advance care planning or made
together with their health-care professionals shared decisions regarding future medical care and
treatments(47). Others used short-term goal setting as a strategy to reach long-term
goals(39,48,65,66). Over time, several patients shifted their focus on quality of life, and for this reason,

some of them considered foregoing treatment(49).

Personal characteristics associated with the use of self-management strategies among patients with
advanced cancer

Two studies explored the cross-sectional association between age and self-management strategies
(see Table 3). Older and younger patients did not differ in pain management strategies(56), but
younger patients were shown to be more likely than older patients to practise yoga/ meditation and
to participate in other cancer patient support activities (e.g. cancer retreats)(43). Patients with higher
levels of physical functioning were more likely to practise physical exercise, while patients with lower

levels of physical functioning were more likely to keep a diary. Use of complementary and alternative
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medicine seemed to be more prevalent among patients with higher income levels, larger household
sizes, no religious affiliation and less need for control over treatment decisions(58). Higher education
and self-efficacy levels and lower depressive symptom levels were positively associated with
perceived effectiveness of self-management behaviours(57). Resigned acceptance and negative mood
were associated with more difficulty(38). Furthermore, patients with lower self-efficacy and more

anxiety and/or depressive symptoms reported more self-management concerns(67).

Healthcare professionals’ attitudes towards self-management of patients with advanced cancer

Table 4 summarises the three articles about attitudes of healthcare professionals towards self-
management of patients with advanced cancer. In one study, primary healthcare professionals
concurred with patients in their view that it is important to view a patient holistically, that is, as an
entire person rather than an illness, in terms of both self-management and care and treatment by
others(55). Another study showed that healthcare professionals working in a specialist palliative care
service perceived patient self-management as both desirable and achievable, but only if undertaken
in partnership with them(53). Self-management could also be perceived as problematic, for example,
when patients acted on limited knowledge(53). Some clinical nurse specialists were worried about
supporting non-pharmacological methods because of the ‘medical model’ of training they had
received. Nurses suggested more self-management education for patients and their relatives, for
example, by means of a smart phone app and a webpage that stimulated active participation in
obtaining information and medical decision-making(53). Community-based palliative care nurses also
indicated that patients required their instruction and information to adequately educate their
relatives regarding medication management(39). Communication between patients and healthcare

professionals was perceived as vital in medication self-management(39).

Table 4. Non-experimental qualitative study results on healthcare professionals’ attitudes towards
self-management of patients with advanced cancer (three studies).

First author
Healthcare professionals (N)

Attitudes towards patients self-management

Campling et al.>®

Community-based  palliative  care
professionals (N = 19): clinical nurse
specialist (n = 13), consultant (n = 1),
inpatient unit nurse (n = 2),
lecturer/practitioner (n = 1), lead
nurse/commissioner (n = 1)

¢ With regard to patients who adopted an advocacy role
in medication management, nurses emphasised the
importance of getting the right drug, via the right route.
¢ Nurses found that the educator role, in which patients
educate their relatives regarding their medication
management, required their professional instruction and
information. They indicated the need to refine knowledge
and information that patients and relatives had found on
the internet.
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Hughes et al.*3

Professionals working in specialist
palliative care centres (N = 17):
community clinical nurse specialist (n =
6), complementary therapist (n = 3),
hospice nurse (n = 5), hospice social
worker (n = 1), hospice spiritual care
coordinator (n = 1), palliative care
consultant physician (n = 1)

Johnston et al.>®

Key professionals referred by patients
with advanced cancer (N = 20): clinical
nurse specialist (n = 9), nurse (hospice
day care) (n = 3), oncologist (n = 1),
general practitioner (n = 5), clinical

e Nurses perceived the communicator role, in which
patients communicate relevant information to healthcare
professionals, as vital in medication self-management

e Desirable:

If patients act autonomously but in partnership
with healthcare professionals and base decisions
on information, dialogue and reflections on prior
experiences.

Because it is unrealistic for professionals to
provide comprehensive and complete solutions
to patients’ pain problems and enables patients
to exert control over what is happening to them.

¢ Achievable:

If patients take responsibility and are motivated
to try to self-manage their pain.

If nurses provide education for patients and
relatives and introduce self-management options
early in the disease trajectory (when patients are
still well enough to learn about self-management
and act upon this knowledge).

Nurses suggested more self-management
education for patients and relatives, provided in a
range of formats and introduced early in the
disease trajectory. Hospice nurses suggested the
use of a smartphone app and a webpage to
provide additional information and support
decision-making among patients and relatives.
Non-pharmacological methods of pain relief were
viewed as active and productive means of self-
management; religious and spiritual practices
were considered relevant strategies as well

* Problematic:

If patients act on limited knowledge, exercise
complete autonomy and reject professional
advice, adopt strategies not supported by the
medical model of professionals training or fully
delegate control and responsibility to healthcare
professionals.

If healthcare professionals take away too much
control and responsibility (resulting in lack of
understanding among patients and relatives).
Clinical nurse specialists were hesitant to support
non-pharmacological self-management
strategies because of the ‘medical model’ of
training they had received.

¢ Healthcare professionals found it important to view
patients from a holistic rather than an illness perspective
in terms of both self-management and care and
treatment by others.
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nurse specialist/hospice doctor (n = 1),
community nurse (n = 1)
N: Number.

DISCUSSION

Main findings

This review summarised results from 31 non-experimental quantitative and qualitative studies that
examined self- management of patients with advanced cancer. The vast majority of these studies were
of acceptable quality and examined self-management from the perspective of patients. Most studies
included mixed sex and diagnosis groups and had been conducted in Western high-income countries.
Overall, the reviewed literature clearly shows that self-management of patients with advanced cancer
covers numerous domains: medicine and pharmacology (e.g. self-administering pain medications),
lifestyle (e.g. practising complementary and alternative medicine, taking breaks when doing daily
chores), psychology (e.g. keeping a diary), social support (e.g. engaging in support groups), knowledge
and information (e.g. seeking treatment information), navigation and coordination (e.g. making
financial plans) and medical decision-making (e.g. participating in advance care planning). Within each
of these domains, patients might use multiple strategies that are highly individual, sometimes
ambivalent and generally aimed at optimising their own well-being and/or (future) well-being of loved
ones. Healthcare professionals perceive self-management as both desirable and achievable if based
on sufficient skills, knowledge, information and solid patient—professional partnerships.

That strategies used by patients with advanced cancer vary widely and sometimes even
comprise contradictory behaviours is well illustrated by our data on lifestyle self-management
strategies, which was the domain most often addressed by the included studies. On the one hand,
patients frequently mentioned that the diagnosis of advanced cancer had caused them to change
lifestyle habits and start complementary and alternative medicine or new hobbies. On the other hand,
however, many of them also indicated that they preferred to maintain their usual daily routines as
much as possible. In the social support domain, self-management strategies also varied strongly, from
seeking and providing social support to limiting and even avoiding social support. Although most
patients experienced social support as essential, for some of them, seeking and accepting it was
hampered by fears of becoming a burden to loved ones and losing their established roles and identity.
A large diversity of strategies and experiences with these strategies was observed in the other self-
management domains as well. Medical and pharmacological strategies ranged from adhering to
prescribed treatment to adjusting and discontinuing treatment. Whereas some patients actively
gathered information about treatment and disease, others avoided obtaining more knowledge,

because it was too energy-consuming or made them feel sad. More generally, ambiguity and
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inconsistency in self-management strategies often seemed to reflect a conflict between two seemingly
opposing attitudes: appreciating life in the present versus planning for the future; readjusting purpose
and expectations versus maintaining normality and a sense of established identity; and taking control
versus letting things happen.

By including a larger number of studies as well as more recent studies, and by focussing more
specifically on patients’ self-management strategies and healthcare professionals’ attitudes, our
systematic review provides novel insights compared to the two prior review studies on self-
management in advanced cancer care(19,20). The scoping review of Budhwani and colleagues merely
distinguished between physical and psychosocial domains(19), while our review also describes
domains of lifestyle, knowledge and information, navigation and coordination and medical decision-
making. Furthermore, we provide a more detailed overview of the full range of self-management
strategies and experiences in these domains, thereby also revealing divergence and ambivalence
between these strategies and experiences. Only a few studies explicitly defined self-management (or
self-care). Although these definitions were not univocal regarding the nature of self-management, our
review’s findings on the divergence of strategies and experiences suggest that the question should
not be whether or not, but how someone engages in self-management. This corroborates the
previously proposed idea that ‘one cannot not self-manage’(15) and argues against a normative
approach to self-management (support). It also implies that self-management, although affected by
personal and contextual factors, is not restricted to particular settings or disease stages. It may thus
be facilitated anywhere and anytime (until the very end), if tailored to individual circumstances,
abilities and preferences.

The seven domains we distinguished partly overlap with those observed within chronic
disease populations, the field on which studies about disease self-management have thus far
predominantly focused. Many of the models proposed to describe and enhance chronic disease self-
management also include domains of social support, information, navigation and decision-
making(10,11,17,18). Remarkable, however, is that the self-management strategies and experiences
we identified among patients with advanced cancer are generally more divergent and ambivalent than
those described for patients with chronic, generally less advanced diseases. For example, while we
found that avoiding or ignoring (medical) information may be a self-management strategy among
patients with advanced cancer, reviews about self-management among patients with chronic diseases
merely report on the opposite, that is, seeking and obtaining information(10,68-71). Possibly, the
prospect of imminent deterioration and, ultimately, death adds to the complexity of self-
management. After all, these prospects can drastically change the way someone relates to space,

place, time, self and others. These changes, in turn, interact and consequently affect self-
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management, thus complicating its dynamics and increasing its susceptibility to different, potentially
competing values, priorities and interests. This interpretation is supported by recent chronic disease
studies showing that self-management is perceived to be more challenging during periods of
transition, disease progression or acute events (e.g. exacerbations of chronic obstructive pulmonary
disease)(16,72,73). It also resonates with findings from several advanced disease studies(22,74-78).
Two recent systematic reviews indicated that patients with advanced diseases were ambivalent
towards discussing mortality and advance care planning(77,78). Furthermore, a recent literature
review on life values of elderly people with advanced cancer showed that these patients often
fluctuated between avoiding and facing the truth about their medical condition(75). Many of them
also considered maintaining independence and withholding emotions to contribute to a good death,
as this was perceived to minimise strain on their loved ones.

In six studies, we identified several sociodemographic and functional patient characteristics
that might affect self-management of patients with advanced cancer. These results were derived from
non-experimental quantitative studies with moderate sample sizes and limited adjustments for
confounding and selection bias, and should thus be interpreted cautiously. Nevertheless, they provide
some explorative insights that could generate hypotheses for future research. Younger patients and
patients with higher levels of physical functioning might, for instance, be more likely to adopt
physically and socially active self-management strategies (e.g. yoga, physical exercise, participation in
cancer support groups) than older patients and patients with lower levels of physical
functioning(43,56). Another study suggested that fewer depressive symptoms, higher educational
levels(57) and greater self-efficacy(57) positively predicted self-perceived effectiveness of applied self-
management strategies(57). Resigned acceptance and negative mood were also associated with more
self-management difficulties(38). One of the explanations could be that patients with more depressive
symptoms and a negative mood lack motivation and energy to actively self-manage(79). In addition,
higher educated patients are generally more health literate(80), and might therefore be more likely
than lower educated patients to take a proactive approach in self-management and acquire accurate
knowledge and understanding of their condition and self-management possibilities(16,81).
Furthermore, patients with higher self-efficacy levels are more likely to perceive symptoms and other
disease consequences as modifiable and might therefore invest more in self-management strategies
than patients with lower self-efficacy levels(82).

Only three qualitative studies assessed attitudes of healthcare professionals towards patient
self-management(53,55). Healthcare professionals in these studies were generally optimistic about
patient self-management, but also set conditions for its effectiveness, such as solid patient-

professional partnerships and sufficient skills, knowledge and information. Suggestions to provide
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patients with more education, introduced early in the disease trajectory and in a range of different
formats, are in line with remarks made by nurses participating in a recent online focus group study on
self-management support and eHealth for patients and relatives confronted with advanced
cancer(83). We identified a lack of studies among relatives, and inconsistencies regarding the roles
and responsibilities assigned to others (i.e. healthcare professionals, relatives) in the self-management
definitions provided by some of the included studies. Nevertheless, our findings evidently show that
important others play a crucial role in patient self-management, and should thus somehow be
involved in self-management support. However, also fears of becoming a burden to relatives were
commonly described by patients in our review as well as in previous studies(84,85). Together with
findings that some patients appreciated each other’s company and derived satisfaction from
participation in cancer-related charity activities, this suggests that peer support could be a promising
pillar in patient self-management. The mutual benefits of peer support are increasingly recognised,

also among patients with advanced cancer(86,87).

Strengths and limitations

To our knowledge, this is the first systematic review on patient self-management in advanced cancer
care that includes perspectives of both patients and healthcare professionals. A strength is that we
used a comprehensive search strategy with a broad operational definition of self-management.
Nevertheless, we may have missed studies reporting on self-management without labelling it as such
(or as a related term, e.g. self-care). The moderate quality of some of the included individual studies
affected the evidential value of this systematic review, especially regarding selection bias: patients
who had participated in the included studies may have been more able and willing to engage in the
self-management strategies studied. This may have caused an overestimation of the prevalence and

impact of self-management strategies.

Relevance for clinical practice

Our review provides several clinically relevant insights into self-management in the context of
advanced cancer. Compared to care provided by healthcare professionals, patients’ self-management
strategies may be substitutional (such as self-administering pain medications at home), additional and
distinctive (such as mobilising peer support) or even conflicting (such as refraining from taking
prescribed medications). This highlights the importance of solid patient-professional partnerships, in
which preferences, experiences and expertise are mutually shared. Our review also provides a
foundation for the development of self-management support interventions. Such programmes should

be tailored to the domains in which patients need additional support. The findings on
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sociodemographic and functional characteristics associated with self-management strategies also
provide useful preliminary targets for self-management support programmes. For example, patients
with low levels of education may need additional support in self-management domains of information,
and navigation and coordination. Finally, a key challenge in the development of self-management

support programmes will be to incorporate them into existing models of care(19).

Implications for future research

To enhance conceptual clarity regarding self-management in the advanced cancer context, we
recommend consistency in terminology used as well as further elaboration of its definition and
conceptual framework. Given the important role of formal and informal caregivers in supporting
patient self-management, additionally, we recommend that future studies identify their experiences
and attitudes as well. Finally, we recommend that future studies investigate the effectiveness and
working mechanisms of self-management strategies used by patients with advanced cancer at the

levels of patients, communities and healthcare organisations and policy.

CONCLUSION

This systematic review shows that self-management of patients with advanced cancer is complex and
multifaceted, covering multiple domains and a broad range of strategies and experiences that are
highly dependent on individual preferences and characteristics. Possibly, the prospect of imminent
deterioration and death adds to its complexity, as subsequent changes in values, priorities, interests
and social interactions are likely to affect self-management strategies and experiences. Therefore,
self-management support programmes for this vulnerable group could benefit from an individualised
approach that re-evaluates patients’ needs and wishes, is embedded in solid partnerships with

relatives and healthcare professionals, and is incorporated into existing models of care.
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SUPPLEMENTARY MATERIAL
Table 1. Search terms.

1 .Embase.com

(‘advanced cancer'/de OR (((advance*) NEAR/4 (cancer* OR neoplas* OR carcinoma* OR tumor*
OR tumour* OR malignan*))):ab,ti OR ((Neoplasm/mj/exp OR 'cancer patient'/de OR (neoplas* OR
cancer* OR carcinoma* OR oncolog* OR tumor* OR tumour* OR malignan*):ab,ti) AND
('metastasis'/exp OR 'palliative therapy'/exp OR 'palliative nursing'/de OR 'terminal care'/exp OR
'terminally ill patient'/exp OR (metasta* OR palliati* OR terminal* OR 'end of life' OR hospice* OR
incurable*):ab,ti))) AND ('self care'/exp OR 'self monitoring'/de OR 'drug self administration'/de
OR (((self) NEXT/1 (car* OR help* OR manag* OR medicat* OR treat* OR monitor* OR
administrat*))):ab,ti) NOT ('Conference Abstract'/it)

2. Medline Epub (Ovid)

(((advance*) ADJ4 (cancer* OR neoplas* OR carcinoma* OR tumor* OR tumour* OR
malignan*)).ab,ti. OR ((exp* Neoplasms/ OR (neoplas* OR cancer* OR carcinoma* OR oncolog*
OR tumor* OR tumour* OR malignan*).ab,ti.) AND (exp "Neoplasm Metastasis"/ OR "Palliative
Care"/ OR "Palliative Medicine"/ OR "Hospice and Palliative Care Nursing"/ OR exp "Terminal
Care"/ OR "Terminally IlI"/ OR (metasta* OR palliati* OR terminal* OR ((end) ADJ2 (life)) OR
hospice* OR incurable*).ab,ti.))) AND (exp "Self Care"/ OR (((self) ADJ (car* OR help* OR manag*
OR medicat* OR treat* OR monitor* OR administrat*))).ab,ti.)

3. PsycInfo (Ovid)

(((advance*) ADJ4 (cancer* OR neoplas* OR carcinoma* OR tumor* OR tumour* OR
malignan*)).ab,ti. OR ((exp* Neoplasms/ OR (neoplas* OR cancer* OR carcinoma* OR oncolog*
OR tumor* OR tumour* OR malignan*).ab,ti.) AND ("Metastasis"/ OR "Terminal Cancer" OR exp
"Death and Dying"/ OR "Palliative Care"/ OR "Hospice"/ OR "Terminally Ill Patients"/ OR (metasta*
OR palliati* OR terminal* OR "end of life" OR hospice* OR incurable*).ab,ti.))) AND (exp "Self
Management"/ OR "Self-Monitoring" OR (((self) ADJ (car* OR help* OR manag* OR medicat* OR
treat* OR monitor* OR administrat*))).ab,ti.)

4. Cochrane Central

((((advance*) NEAR/4 (cancer* OR neoplas* OR carcinoma* OR tumor* OR tumour* OR
malignan*))):ab,ti OR (((neoplas* OR cancer* OR carcinoma* OR oncolog* OR tumor* OR tumour*
OR malignan*):ab,ti) AND ((metasta* OR palliati* OR terminal* OR 'end of life' OR hospice* OR
incurable*):ab,ti))) AND ((((self) NEXT/1 (car* OR help* OR manag* OR medicat* OR treat* OR
monitor* OR administrat*))):ab,ti)

5. Cinahl (EBSCO)

(((advance*) N4 (cancer* OR neoplas* OR carcinoma* OR tumor* OR tumour* OR malignan*)) OR
((MM Neoplasms+ OR MH "Cancer Patients" OR (neoplas* OR cancer* OR carcinoma* OR
oncolog* OR tumor* OR tumour* OR malignan*)) AND (MH "Neoplasm Metastasis+" OR MH
"Hospice and Palliative Nursing+" OR MH "Terminal Care+" OR MH "Terminally Ill Patients+" OR
(metasta* OR palliati* OR terminal* OR "end of life" OR hospice* OR incurable*)))) AND (MH "Self
Care+" OR (((self) N1 (car* OR help* OR manag* OR medicat* OR treat* OR monitor* OR
administrat*)) OR (patient controlled N1 analgesi*)))

6. Web of Science

TS=(((((advance*) NEAR/3 (cancer* OR neoplas* OR carcinoma* OR tumor* OR tumour* OR
malignan*))) OR (((neoplas* OR cancer* OR carcinoma* OR oncolog* OR tumor* OR tumour* OR
malignan*)) AND ((metasta* OR palliati* OR terminal* OR "end of life" OR hospice* OR
incurable*)))) AND ((((self) NEAR/1 (car* OR help* OR manag* OR medicat* OR treat* OR
monitor* OR administrat*))))) AND DT=Article

7. Google Scholar

"advance|advanced | metastases| metastatic | palliative | terminally | "end of life" | hospice |incurable
cancer|neoplasm|neoplasms|carcinoma|tumor|tumour" "self

care|help|management| medication|treatment| monitoring|administration"
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CHAPTER 3

Self-management of patients with advanced cancer: A qualitative interview

study

Stoevelaar R, Noorlandt HW, van Dongen SI, Arslan M, Luu KL, Kranenburg LW, Witkamp FE, van der
Rijt CCD, Lorig K, van der Heide A, Rietjens JAC
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ABSTRACT

Objective

Little is known about self-management of patients with advanced cancer. Insight in patients’ self-
management behaviors and the factors associated with self-management is crucial for developing
adequate self-management support.

Methods

Qualitative semi-structured interview study among patients with advanced cancer. Transcripts were
inductively and thematically analyzed, using open, axial and selective coding.

Results

We interviewed 33 patients with advanced cancer (52% female, aged 33-85 years). Patients described
self-management challenges in the medical, psycho-social, existential and daily living domains. Self-
management behaviors were personal and often creative, and included the management of physical
and psychological symptoms in the home setting, navigating the medical system and coordination of
appointments, investing in a good relationship with healthcare professionals -including dealing with
incidental conflicts and contributing experiential knowledge to the decision-making-, managing social
contacts, and planning -including preparing for the end of life-. Some patients were proactive and
articulate in their self-management behaviors, and keen on maintaining autonomy and finding the
best possible information and treatments themselves. Most self-management behaviors were aimed
at maintaining “normality”. Patients’ self-management behaviors seemed to be associated with their
personality, life history, the moment in the illness trajectory and their social environment.
Conclusions

Self-management behaviors of patients with advanced cancer are personal, often creative, and situate
largely beyond the medical domain. They are typically aimed at maintaining a normal life. Self-
management support should be tailored to patients’ specific problems, needs and personal history. It
should be aimed at consolidating effective self-management behaviors and be embedded in trustful

partnerships with patients and relatives.
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BACKGROUND

Advanced cancer has a large impact on patients’ lives(1), and patients deal with its impact in their
own, personal ways. Self-management in this context has been defined as “the strategies used by
persons with the aim of managing the physical, psychosocial and existential consequences of living
with a progressive, life-threatening disease and its treatment”(2). Most research about self-
management has been conducted in patients with chronic diseases.

Patients with progressive, life-threatening illness, such as advanced cancer(1), may face other
challenges(3-7). Little is known about self-management behaviors of patients with advanced
cancer(1). Studies that have been done often focus on self-management (of medication) to alleviate
physical symptoms, such as fatigue, shortness of breath, or pain. Fewer studies have been conducted
on psychosocial and existential self-management(8-11). In order to provide patients with adequate
self-management support that is tailored to their needs, comprehensive insight into the consequences
of their iliness on their day-to-day lives and their self-management behaviors is needed. Further, only
a few studies explored why patients self-manage in a certain way. These studies provide some
preliminary, partially conflicting evidence that age, level of physical functioning and education might
be associated with self-management behaviors(12, 13). Insight in these associated factors could help
to elucidate which patient groups might experience difficulties in self-management and how they
could best be supported(14, 15).

In this qualitative study, we aim to 1) explore and describe the consequences of living with
advanced cancer and its treatment and patients’ self-management behaviors to address these

consequences, and 2) examine which factors may influence self-management behaviors.

METHODS

Study design and sample

This is a qualitative semi-structured interview study in which we interviewed patients with advanced
cancer. Patients were eligible when they were older than 18 years, were diagnosed with advanced
cancer (any type), and were able to provide written consent. Advanced cancer was defined as cancer
that can no longer be cured (16). We recruited patients purposively, to include a diverse patient group
with patients from different cultures and educational levels. Oncologists, general practitioners and
nurses from one academic and one general hospital and two hospice care facilities asked eligible
patients whether they were interested in participating in the study. Also, calls for participation were
circulated via websites of a patient organization, the main research center (Erasmus University

Medical Center) and social media platforms. We contacted potentially interested patients by phone
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and sent them extra information by postal mail. Patients signed for informed consent to participate
prior to the interview. We conducted interviews on a location of the participant’s choice (mostly at
their homes). Participants who needed to travel received reimbursement for their travel expenses.
Interviews were conducted until saturation, that is, until no new information arose from the
interviews. The Erasmus University Medical Center research ethics committee granted approval of the

study (METC-2018-1368).

Data collection

We developed an interview guide prior to starting the interviews, partly based on our systematic
review on self-management experiences of patients with advanced cancer (Box 1)(1). We conducted
the interviews between September 2018 and July 2019. The interviewers RS, HN, JR, MA and KL took
field notes. One interview was conducted and analyzed in Turkish by a Turkish speaking member of
the research team (MA). After the interviews, patients completed a questionnaire on demographic
characteristics (e.g. type of cancer, year of diagnosis, current treatment). Interviews were audiotaped

and transcribed.

Box 1. Interview guide used in conducting the interviews

Can you tell me something about yourself and the situation that you are in?
What consequences does the illness have on your life?

What helps you to deal with the consequences you described?

Which of the consequences bothers you most?

What could help you to better manage your illness and its consequences?

vhwN e

Data analysis

We performed an inductive thematic analysis, using open, axial and selective coding(17), supported
by NVivo 12 pro. Two researchers (RS and HN) read five of the transcripts from the patient interviews
line by line and identified initial themes, which were discussed with other researchers (JR, SD, MA, KL).
We developed an initial coding tree based on this process and a priori (from the interview guide) and
adjusted it by going back and forth through the transcripts using the constant comparative method.
The coding tree was tested by RS and HN on another five transcripts, and was discussed and adjusted.
Subsequently, all transcripts were analyzed by RS and HN. The research team met frequently to refine
the initial themes and subthemes by discussing the coded transcripts, themes, subthemes, and each

theme in relation to the other themes until no new information arose.
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RESULTS

We interviewed 33 patients. Interviews lasted an average of 50 minutes (SD 14 minutes). Seventeen
(52%) patients were female (Table 1). The age of participants ranged from 33 to 85 years. Thirty-two
patients (97%) had the Dutch nationality, of whom one had a Moroccan background and one a
Surinam background. One patient had the Turkish nationality. Most patients resided at home (91%)
together with a partner (76%). Most patients had a high school degree or higher (93%). Eighteen
patients were recruited in the general hospital, 11 in the academic hospital, two in the hospice, one
through social media and one through the website of a patient association.

The results are described in two parts. In part |, we describe the consequences of having
advanced cancer and patients’ self-management behaviors. In part Il, we describe which factors

influence patients’ self-management behaviors.

Table 1. Characteristics of patients enrolled

Patients (n=33)

Gender
Male 16 (49%)
Female 17 (52%)
Age
18 — 40 years 1(3%)
41 - 60 years 9 (27%)
61 —80 years 21 (64%)
> 80 years 2 (6%)
Nationality
Dutcht 32 (97%)
Other 1(3%)
Education
Less than high school 2 (6%)
High school graduate 14 (42%)
Some college 6 (18%)
College graduate 5(15%)
University 6 (18%)
Living situation
At home 30 (91%)
Healthcare institution 2 (6%)
Other 1(3%)
Marital status
Married/living together 25 (76%)
Not married 5(15%)
Divorced 2 (6%)
Widowed 1(3%)
Children 23 (70%)
Of which living at home 6 (18%)
Religious (yes) 12 (36%)

Type of cancer
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Colon 7 (21%)

Lung 3 (9%)
Breast 13 (39%)
Prostate 3 (9%)
Other? 7 (21%)

1 One patient had a Moroccan background, one patient had a Surinam background
2 Other cancer types were: Liver, peritoneal, penile, cervix, esophagus, melanoma, ovary

Part | — Consequences of having advanced cancer and self-management behaviors

Consequences

Patients described consequences of having advanced cancer and its treatment, in different domains:
the physical domain (e.g. nausea, fatigue, changes in appearance), psychological domain (e.g. sadness,
feelings of insecurity), social domain (e.g. less social contact, unwanted advice), existential domain
(e.g. loss of meaning in life, fear of dying), medical care domain (e.g. complex medication schemes,
contact with healthcare professionals), and the daily life domain (e.g. loss of work, difficulties in

household activities).

Self-management behaviors

We identified six categories of self-management behaviors in patients’ narratives: health behaviors,
psychological strategies, seeking and providing social support, collaborating with healthcare
professionals, obtaining knowledge and information, and planning. Self-management behaviors were
often used in multiple domains. For instance, patients sought social support for help with daily living
activities (e.g. household activities) but also for psychological relief (e.g. talking about negative
thoughts). Moreover, patients often used different self-management behaviors in the same domain.
For instance, psychological consequences of the disease could be addressed by health behaviors (e.g.
walking), psychological strategies (e.g. writing down thoughts) and seeking social support. Some self-
management behaviors facilitated other self-management behaviors. For instance, adequate planning

facilitated patients to engage in hobbies.

Health behaviors
Many patients actively engaged in maintaining a healthy lifestyle, such as staying physically active and
maintaining a healthy diet. It gave them the feeling to be ‘in charge’ of their health. Patients often

mentioned walking to both manage physical and psychological discomfort.

“If  want to take a break from it all, | put on my good boots [...] and | will go out into the polder
[...] fantastic right? Into the forest. Alone. | think that is the best psychiatrist there is” — P012,

male, 73, prostate cancer
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Psychological strategies

Many patients used a variety of personal psychological strategies. Some patients sought help from a
psychologist to support them dealing with the emotional burden of their iliness, others did not.
Sometimes they used cognitive strategies, such as trying to ignore, nuance, or actively deal with
negative thoughts. Others described behavioral strategies, for instance seeking distraction by
practicing hobbies or writing down thoughts and different scenarios about how their illness might

progress.

“Usually | use my notebook to come up with a couple of scenarios, ranging from bad to less
bad, and then | can read that back. That is my way of managing with everything, to get it out
of my head [...] It is about all the things that come to mind, doom scenarios, but also hope you

cherish” — P034, male, 58, lung cancer

Seeking and providing social support
Many patients used support from their social network to deal with the consequences of their disease.
This sometimes served a practical goal (e.g. helping with household activities, going to clinical
appointments), but often it served a more psychological goal. Talking with friends gave relief to many
patients. However, some other patients were not always positive about engaging with their social
environment. Some said others could be intrusive or make inappropriate comments (e.g. “Hey, you
are still here?”).

Some patients provided social support to fellow patients. This could include participation in a
peer support group, volunteering in a patient association, or being active on social media. Patients

were often grateful if they were able to help someone else.

“When | speak to a fellow patient and | am able to give some advice or support, that gives me

a lot of satisfaction” — P019, female, 58, lung cancer

Not everyone was interested in peer support groups, as they indicated that talking about their illness

would probably only made them feel down.

Collaborating with healthcare professionals
Several patients indicated they invest in a good relationship with their healthcare professional. This
provided a trustworthy environment for the discussion of wishes and preferences for medical care.

Several patients stressed the importance of their experiential knowledge.
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“I know a lot about it; therefore | can challenge the doctor. If he says something, | will tell him
‘that is not how it works’ [...] | am no doctor, do not have that expertise [...], but | am an expert
by experience. | do not know everything, but | do know what the medication is doing with my

body” — P021, female, 63, breast cancer

Some patients noticed that not all healthcare professionals were fully aware of the impact of their
iliness on their daily life, and that they had to actively bring this up. Most patients were satisfied about
the collaboration with their healthcare professionals and the care they received. Some patients
indicated they had to deal with conflicts with a healthcare professional, for instance due to different

opinions about treatment.

Seeking information

All patients saw their healthcare professionals as the main source of information. For some, the
information they received was sufficient. Others used the internet to find more information, although
many pointed to possible incorrect information on the internet, or a focus on negative consequences
of their illness. Some patients indicated they wanted more information about their illness or

(alternative) treatments:

“I think that [information about the illness] is highly interesting [...]. Scientifically, | have a very
broad interest [in my illness] despite the fact that this affects me” — P0O03, male, 65, prostate

cancer

Planning
Having advanced cancer largely dictated patients’ agenda, something some patients struggled with.
Planning was a necessary skill for most patients. Many patients valued a daytime routine and tried to

live their lives as normally as possible, for instance by continuing their hobbies and usual activities.

“I want to live as if everything is just right [...] | want to be normal [...]. Your life continues and

you want to live a normal life” — PO07, female, 33, breast cancer
However, patients were not always able to continue their usual activities in the way they were used

to. They sometimes had to distribute their activities over the day, find substitute activities, and actively

plan moments of rest, for instance by cooking for multiple days or clustering household activities.
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“You have to adjust everything to it. | now make sure that if | have to do something upstairs, |
immediately also do the laundry, clean the bathroom, iron, so everything is finished upstairs

and | do not have to unnecessarily burden myself” — P010, female, 56, breast cancer

Some patients had difficulties planning their medical care. Some had to check and adhere to difficult
medication schemes. Many patients indicated they had to take charge of their clinical appointments,

as these were not always well coordinated or did not fit in their personal agenda.

“It is complicated, you are right about that, it is complicated. You have an appointment here,
another appointment there, another appointment, and another one, you will be in the hospital

100.000 times” — P0O15, female, 68, cervical cancer

Some patients also engaged in planning their last phase of life. This ranged from talking with their
loved ones about their approaching death to arranging practical matters, such as their finances,

mortgages, and buying a grave.

Part Il - Factors of influence of self-management behavior

Patients were often unaware of why they performed certain behaviors; they described their behaviors
as being ‘normal’ to them. No clear association was found between patients’ self-management
behaviors and their age, gender, or educational level. We could distill four general factors that
influenced self-management behaviors: personality, life history, the moment in the illness trajectory,

and the social environment.

Personality
Some patients explained that the way they dealt with their illness was rooted in their personality.
Often heard phrases were “That is just how | am”, “It is in my nature”, and “I have always dealt with

things like this”.

“I do not know; it is just who | am. And everybody says | am managing so well and | am so

strong. Well, it is not something | have to work for, | think it is just in my nature” — PO06, male,

57, peritoneal cancer
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Many patients described themselves as being assertive. They described that this helped them to
protect their boundaries, to stay in charge of their own health, and to discuss concerns and
disagreements with healthcare professionals. Other important personality characteristics, according
to patients, were to stay realistic, put things in perspective, be flexible, and have a practical mindset

without getting carried away by emotions. Also, a positive outlook was important for many.

“I am more conscious about it [about being positive]. | was not necessarily negative [...] |
always danced through life actually. [...] But now | think it is actually a survival strategy,
positivity. | think if a human can be positive, and is not always grumbling, that you can get very

far” — P017, female, 58, breast cancer

However, some patients indicated that their personality affected their self-management behaviors in
a more negative way. One patient for instance described that she always tends to say ‘yes’ when
people ask her for help, which makes her cross her boundaries often, leaving her fatigued and

saddened that she cannot do the things she used to do.

Life history

Self-management behaviors were also rooted in how people were raised. Some were born in the
second world war and raised with the adage ‘not to whine’. Previous experiences with cancer in the
family or amongst friends also affected patients’ self-management behaviors. Some were
strengthened by having witnessed these previous experiences, because people may have survived
cancer or were able to cope with the illness in a positive way. Other patients had negative experiences.
They described how they saw a loved one poorly managing their illness, and stated that they wanted
to do better themselves. Some interviewed patients were healthcare professionals themselves. They
described that their professional experiences had helped them in managing their own disease. Some
mentioned that they were sometimes approached as a healthcare professional, while they preferred

to be approached as a patient.

“I am a general practitioner by training, [..] so | am very stubborn in wanting to do things
myself [...] A negative side is that | have easy access to the medical literature, which means
that you sometimes realize things are not as positive as you initially thought [...] Another
negative side is in the contact with medical specialist, because they will often say ‘you

understand this, right?’.” — P014, male, 59, colon cancer
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Moment in the illness trajectory

Patients often showed a similar pattern in responding to their illness in the beginning of the illness
trajectory. Shortly after the diagnosis of advanced cancer, many patients indicated arranging practical
matters to seek a feeling of control. Examples are the arrangement their finances, drafting an advance
care directive, and obtaining all available information about their illness, (alternative) treatment, and
life expectancy. However, as the illness progresses, patients seemed to focus more the integration of

their illness into a normal, daily life.

“You really have a life before and after your diagnosis, that is really true [...]. In the beginning
you are changing everything. The moment you hear it, you will drop everything, then slowly

you will rebuild everything” — PO11, female, 50, breast cancer

Social environment

Apart from being a source of support itself, the social environment, such as family, friends and
colleagues, also affected how patients self-managed their disease and its consequences. For some
patients, the social environment was a motivation to try to manage their illness as actively as possible.
Some said their family and friends were worth living for or motivated them to engage in certain self-

management behaviors:

“There are enough people in our lives, friends, who are worth living for, they are sweet and

kind and nice” — P001, male, 69, lung cancer

Furthermore, some patients described that the practical social support they sometimes received

meant that they had to do less themselves:

Q"“It is actually very relaxed, because you do not have to do anything anymore, because

nobody is expecting it from you. So it does have something very easy, everybody is very eager

to help and support you, because they feel sorry for you” — P011, female, 50, breast cancer.

DISCUSSION

Having advanced cancer has many consequences for patients in the medical, psycho-social, existential

and daily living domains. Our study reveals the full width of the “work” patients are faced with in these
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domains, which has partly also been shown for patients with chronic diseases(7, 18-20). We found
that particularly challenging aspects of living with advanced cancer are having to deal with physical
and psychological symptoms in the home situation, navigating the medical system and managing one’s
medical appointments, maintaining a good relationship with healthcare professionals (which may
include dealing with conflicts and contributing experiential knowledge), managing ones’ social
network, and dealing with existential questions including impending death. The six types of self-
management behavior we identified (health behaviors, psychological strategies, seeking and providing
social support, collaborating with healthcare professionals, obtaining knowledge and information, and
planning) were often used in multiple domains and patients often used different self-management
behaviors in the same domain.

Our study shows that patients deal with the consequences of their illness in various, personal
and often creative ways. The way in which patients approached their illness and its consequences
often seemed to be rooted in their personality and previous life experiences: patients indicated to
always have dealt with challenges in a certain way, learned this along the way, or recognized the need
to deal with the consequences of their illness in response to a personal experience. A subgroup of
patients adopted proactive and articulate self-management behaviors: they actively search for
information to obtain an extensive understanding of their illness, they orientate on the best possible
treatments, and proactively (re)schedule their medical appointments for a better fit in their personal
agenda. This group has previously been referred to as “e-patients”: patients who are “equipped,
enabled, empowered and engaged in their health and health care decisions”(21). It may not always
be easy for clinicians to relate to e-patients, as their behavior may challenge them to adopt less
traditional roles in clinician-patient partnerships(22). For instance, research has shown that many
clinicians underestimate the benefits and overestimate the risks of online health resources for
patients, and that many patients are hesitant to share internet-based information with their
doctors(23). This lack of openness could harm patient-doctor communication and their relationship.

A consistent finding in our study is that patients’ self-management behaviors are typically
aimed at maintaining normality. Many patients tried to continue the hobbies and usual activities they
engaged in before they became ill. Interestingly, patients’ desire for maintaining normality seems to
be contrary to the common notion that patients want to draft and complete a bucket list, to ‘get the
most out of their lives’, and plan e.g. on accomplishing personal goals(24). For several patients, living
a normal life was threatened by the medical management of their disease which sometimes largely
dictated their agenda. For instance scheduling and attending hospital visits and taking the right
medicines at the right time sometimes impaired their normal and usual daily living activities. This is

also apparent in other studies(7, 19, 20). Corbin and Straus postulated that chronic illness involves
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medical work, daily life work and biographical work (18). Being overwhelmed by the medical work
might mean that there is less time and energy to be spent on daily life work and biographical work,
including family gatherings, placing the illness in ones’ biographical context and meaning making of
ones’ situation. May et al called for minimally disruptive medicine as a response to the work that is
delegated to patients and families(25). Critically, this involves respecting patients for what they do, as
well as for who they are. In their Burden of Treatment Theory they suggest that by redesigning
healthcare services so that they are better coordinated, more patient-centered, and acknowledge

patient complexity, patients could be better equipped to handle their health problems(26).

Clinical implications
Our study shows that patient self-management largely takes place beyond the classical professional
care setting. The consequence is that the experience of iliness and the changes it brings to patients’
lives often remain unacknowledged by healthcare professionals, while patients’ self-management
nevertheless affects the care and treatment within the medical setting(27). Healthcare professionals
need to relate and respond to the large diversity of self-management strategies they encounter, for
instance when patients engage in certain diets or alternative treatments. Moreover, they have the
opportunity to support patients in their self-management. Our study provides several insights that
they can leverage. First of all, the initiation of open conversations with patients and their relatives is
crucial to broach their experiential knowledge of their iliness and to identify what consequences of
the disease and its treatment patients are faced with, how proactive they are, and what self-
management support needs they have. Healthcare professionals could adjust their own style of
guidance accordingly. Secondly, discussing to what extent patients attach importance to “maintaining
normality” is important, including exploring what normality means, and how medical care and
treatment could be provided in such a way that it is minimally disruptive to patients’ lives(25). Here,
timing is crucial: right after the diagnosis of advanced cancer, many patients tend to focus on
emotional and practical matters, but as illness progresses, patients focus more on the integration of
theirillness into a normal, daily life. Third, we recommend that healthcare professionals map, together
with the patient, patients’ self-management palette. What self-management behaviors does a patient
use commonly, now and in the past? Could the patient leverage these successfully in other domains?
What is the role of the family in supporting the patient’s self-management? And can the patient,
within certain domains, develop new self-management behaviors?

Furthermore, peers could support patient self-management, individually, through social
media, or peer support self-management groups. In our study, not everyone was interested in giving

or receiving peer support, but some were. As clinical services are unlikely to meet all the needs of

81



patients with advanced cancer, some of patients’ needs could potentially also -or even better- be met
outside formal healthcare systems, especially those needs where peers could contribute by sharing
their experiential knowledge and creative self-management strategies(28). While peer support is
gaining increasing momentum, it is largely neglected -or even raises resistance- in formal healthcare
systems(28). Its potential, challenges and potential integration with healthcare systems deserve

further study.

Study limitations

This study has some limitations. First, it might be possible that participants with a special interest in
the topic, with particular negative or positive experiences towards the care they received, or who
were still functioning relatively well, were overrepresented, thereby giving a somewhat biased picture.
Furthermore, although we purposively included a relatively large group of patients from a variety of
backgrounds, it was difficult to recruit patients from varying cultural backgrounds. This should be

considered in future research.

Conclusion

Self-management behaviors of patients with advanced cancer are personal, often creative, and situate
largely beyond the medical domain. They are typically aimed at maintaining a normal life. Self-
management support should be tailored to patients’ specific problems, needs and personal history. It
should be aimed at consolidating effective self-management behaviors and it should be embedded in
trustful partnerships with patients and relatives. Self-management of patients with advanced cancer
will become increasingly important, partly due to novel treatments that increasingly turn advanced
cancer into a chronic condition(29, 30), and partly because clinical services may not be able meet all
the needs of those with advanced cancer. Therefore, future studies should focus on innovative
methods that support patients in dealing with their iliness, that leverage their experiential knowledge

of their illness.
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