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Abstract

Purpose Schizophrenia places a heavy burden on the individual with the disorder, as well as on his or her family; this burden
continues over the long course of the disease. This study aimed to provide an overview of the positive and negative impacts
of schizophrenia on family caregivers.

Methods From April to June 2017, two investigators conducted a systematic review and meta-summary of studies obtained
from five electronic databases and the footnotes and citations of eligible studies. Qualitative studies that explored the expe-
riences of family caregivers of individuals with schizophrenia were included. Study findings published between 1993 and
2017 were extracted and synthesised using narrative and summative approaches.

Results After the removal of duplicates, independent reviewers screened 864 records. Subsequently, 46 full-text articles were
assessed for eligibility and 23 papers were included in the synthesis. Negative impacts identified were traumatic experiences,
loss of expectation of life and health, lack of personal and social resources, uncertainty and unpredictability, family disrup-
tion, conflict in interpersonal relationships, difficulty in understanding, and stigma and heredity. Meanwhile, the positive
impacts identified were family solidarity, admiration, affirmation, affection, compassion, learning knowledge and skills,
self-confidence, personal growth, and appreciation.

Conclusions Analysis of the studies suggested that family members of individuals with schizophrenia face a series of trau-
matic situations during the course of the illness. Their subsequent experiences can be conceptualised as a continuous circle
of caregiving, in which the positive impacts can be centrally positioned within the negative impacts.

Keywords Qualitative synthesis - Caregiving process - Caregiver burden - Caregiver benefits - Mandala

Introduction

The development of schizophrenia commonly occurs in
early adulthood, and individuals may live for many years
with disabilities. As a result, the burden of this disorder has
been ranked 11th among 301 diseases and injuries [1]. These
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disabilities often impede patients from leading the lives that
they expected during their premorbid states, due to deterio-
ration in social and occupational functioning [2]. During an
illness course of up to 25 years, approximately 50% of peo-
ple with schizophrenia fail to achieve satisfactory recovery
in terms of their symptoms and social functions [3]. This
long recovery period imposes a heavy burden on both the
individuals with schizophrenia and their family members,
who usually play a major role in caregiving [4]. Therefore, it
is important to investigate the impact that schizophrenia has
on the family to improve the mental well-being of informal
caregivers.

Family burden in schizophrenia has certain established
domains, of which family relations and social interactions
are important. In 1966, Hoenig and Hamilton categorised
burdens of care into objective and subjective domains [5].
Objective burdens reflect the tangible aspects of caregiving,
such as financial issues, while subjective burdens reflect how
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caregivers perceive and evaluate their situations in relation
to an illness. Subsequent research has supported Hoenig and
Hamilton’s theory, which became the basis for measures of
burdens of care [6—8]. By means of such measures, quantita-
tive studies have extensively investigated both burdens [4,
9]. Caqueo-Urizar et al. suggested ‘role theory’ and ‘sys-
temic theory’ as new conceptions regarding care in schizo-
phrenia [9]. Role theory considers the unmet expectations
of caregivers from an ill person as a major cause of their
mental burdens. Individuals have their own roles within a
family and are expected to fulfil these roles. However, schiz-
ophrenia often makes it difficult to satisfy these expecta-
tions, which has a negative impact on family relationships.
The systemic theory positions a family within its social con-
tinuum. Care burden can also be understood within inter-
actions in the hierarchy of individual, familial, local, and
national substructures. For example, caregivers tend to feel
burdened while interacting with inadequate health services
in the community.

Compared to the family burden, there is paucity of studies
on caregiver benefits in schizophrenia. This suggests that
the negative nature of caregiving in schizophrenia renders
obtaining sufficient empirical data to reveal overall positive
experiences difficult [10, 11]. In 1996, Szmukler et al. con-
ceptualised the following benefits from caring for a patient
with a serious mental illness: ‘rewarding personal experi-
ences’ and ‘good aspects of the relationship with the patient’
[12]. Chen and Greenberg reported that more than half of
560 caregivers benefited from becoming conscious of inner
strengths and new meanings in their lives [13]. These gains
were positively associated with the supportive relationships
that others had to the caregivers.

Burden of care is defined as a multi-faceted concept com-
prising intrinsic and extrinsic elements and is influenced by
the supply and cost of health interventions and services [14,
15]. Awad and Voruganti have contributed to the develop-
ment of a clear definition of burden of care by offering a
comprehensive, but non-systematic, review of the burden
of schizophrenia on informal caregivers. Tungpunkom et al.
conducted a systematic review of family experiences in car-
ing for an ill relative. However, Tungpunkom et al’s study
did not focus on care burden, but rather synthesised care
experiences from five outcomes of interest, including needs,
coping, and help seeking [16]. The synthesis of the differ-
ent outcomes complicates the interpretation of their con-
clusions for practical use. In terms of help seeking, Cairns
et al. conducted a meta-synthesis of 13 qualitative studies of
families of patients with first-episode psychosis [17]. Quali-
tative reviews conducted by Klages et al. [18] and Lewis
[19] exclusively investigated the experiences of parents and
partners, respectively, who cared for ill relatives. Therefore,
we suggest that it is important to define the entire set of ele-
ments that not only negatively, but also positively, impacts

@ Springer

all informal caregivers, which could help families with a
member with schizophrenia spend their lives with increased
feelings of satisfaction, gratitude, and enjoyment over the
long duration of the disorder. In this study, we aimed to for-
mulate a comprehensive concept to show the relationships
between the positive and negative impacts that this disorder
has on family caregivers by collating qualitative findings
from relevant studies.

Methods

In this study, a systematic review and a meta-summary were
conducted by two reviewers (a psychiatrist and a qualita-
tive researcher). The meta-summary is a method of quali-
tative synthesis developed by Sandelowski and Barroso to
approximate elemental themes by integrating the sum of
findings of qualitative studies according to a systematic
scheme [20]. The choice of the approach depends on the
type of information the review authors intend to produce in
qualitative evidence synthesis. Since this synthesis aimed
to answer a clinical question related to health-care interven-
tions, an integrative-type method (e.g. meta-summary) was
appropriate [21]. The research protocol is available online
(CRD42017073325 with PROSPERO).

Study selection criteria
Types of studies

The reviewers included primary studies that used qualita-
tive approaches to collecting data and analysed data with
qualitative methods. The following studies were excluded:
(1) studies without qualitative data collection; (2) studies
that collected data with qualitative approaches, but did not
conduct a qualitative analysis; (3) studies that collected
qualitative data via a questionnaire with a priori domains
for the burden of care; (4) reviews with qualitative methods;
(5) mixed-methods studies in which the results could not
be distinguished between qualitative and quantitative find-
ings; (6) mixed-sample studies where it was impossible to
discern the origin of findings between types of participants;
(7) qualitative studies in which participants were not human
beings, such as text data in mass media; and (8) empirical
and narrative works that had not undergone a peer-review
processes.

Types of participants

A caregiver was defined as an adult aged 18 years or older
caring for his or her family member with schizophrenia.
Family relationships included parents, siblings, spouses,
or other relatives. Studies were excluded when they were
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concerned with: (1) affected individuals or health-care work-
ers without family caregivers; (2) childhood schizophrenia;
(3) psychosis in which schizophrenia could not be separated
from other psychotic disorders; and (4) diseases other than
psychotic disorders.

Types of phenomena of interest

The phenomena of interest were the positive and nega-
tive impacts on someone who shares his or her life with
an individual with schizophrenia. We limited the search to
studies conducted after 1993 because a second-generation
antipsychotic, risperidone, was introduced in that year and
atypical antipsychotics have since been approved for use
globally [22]. The availability of these new medications has
contributed to recovery from schizophrenia with less severe
extrapyramidal side effects, which could alter the experi-
ences of caregivers of people with schizophrenia [23]. We
excluded studies that (1) did not aim to achieve an in-depth
understanding of the defined phenomena of interest; (2)
exclusively investigated a specific aspect of caregiving (e.g.
stigma, needs, or coping).

Search strategy for identification of studies
Electronic searches

We conducted searches of the following electronic biblio-
graphic databases: (a) MEDLINE, Ovid; (b) MEDLINE In-
Process and Other Non-Indexed Citations, Ovid; (¢) Embase,
Ovid; (d) Cumulative Index to Nursing and Allied Health
(CINAHL), EBSCOhost; (e) PsycINFO, EBSCOhost; and
(f) Web of Science Core Collection, ISI. Search terms were
developed for database searching with English language
requirements (Online Appendix 1).

Other searches

Reference lists of eligible studies were examined to detect
relevant reports unidentified in the electronic search. We also
examined the systematic reviews conducted by Tungpunkom
et al. [16], Klages et al. [18], and Lewis [19] to identify any
reports that they included or excluded that were not identi-
fied in our electronic search or reference list check. In addi-
tion, Web of Science All Databases was used to follow up
relevant works that had cited eligible studies. Scopus was
also used to verify the results of citation chasing.

Quality of eligible studies
The two reviewers independently assessed the quality of

selected studies according to the ‘Checklist for Qualita-
tive Research’ in the Joanna Briggs Institute (JBI) critical

appraisal tools [24]. Discrepancies between the assessment
results were resolved through discussion at the weekly
research meetings that the reviewers held. This checklist
was originally developed for use in the institute’s approach,
‘meta-aggregation’. Meta-aggregation and meta-summary
share a systematic scheme to integrate and quantify qualita-
tive findings [25].

Data extraction

After completing the critical reading, the first reviewer
extracted findings from the included studies and the sec-
ond reviewer cross-checked the results against her own
extracted findings. The extraction was conducted using the
worksheets that included information on cultural factors.
The two reviewers resolved disagreements on the extraction
through debate during the weekly research meetings. The
data extraction method was modified from Sandelowski and
Barroso’s method [20] and comprised the following steps:
(1) repeated reading of all included articles to understand
the overall meaning and become familiar with the data; (2)
developing the first and second editions of extracts based
on the themes and subthemes of the articles, respectively;
and (3) dividing the second edition into the smallest unit of
structure of findings.

Data synthesis

Comparing similarities and differences, and the relationships
between them in the extracted findings, the first reviewer
categorised topical meanings. Subsequently, they were
abstracted into subthemes and themes to represent the key
meaning and comprehend the contents. These interpretive
processes were cross-checked against the second reviewer’s
own categorisation and abstraction. Disagreements on the
interpretation were resolved through debate during the
weekly research meetings. The meta-summary tabulated the
themes with the following proportions [20]. The propor-
tional frequency of qualitative findings (PF-QF) was com-
puted by dividing the number of papers with a particular
subtheme by the total number of papers. The PF-QF was
used to compare the extent of the subthemes. The propor-
tional intensity of thematic reporting (PI-TR) was computed
by dividing the number of subthemes contained in one paper
by the total number of subthemes in all papers reviewed.
The PI-TR represented the contribution of each study to all
themes.

As a final product of the meta-summary, a conceptual
model was created as a figure to provide an overview of
the overall impact of schizophrenia on family caregivers.
The conceptual diagram connected themes and subthemes
on the grounds of empirical and/or theoretical relationships
between them [26].
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Results

The literature search was performed between 29 April
2017 and 9 June 2017 (Fig. 1). The electronic and other
searches yielded 1355 records, from which the removal
of duplicates reduced the sum to 864 records. Title and
abstract screening retained 46 articles whose full texts
were assessed for eligibility. Subsequently, the first and
second reviewers independently conducted the eligibility
assessment of all 46 articles. Consequently, 23 articles
were selected to undergo critical appraisal for qualitative
research [27-49]. The other articles were excluded from
the study for several reasons. Five studies were excluded
because the burden of care was assessed in accordance
with a priori domains [50-54]. Four studies did not discern

the origin of findings between affected individuals and
their caregivers [55-58]. The diseases covered in two stud-
ies included borderline personality disorder and childhood
schizophrenia [59, 60]. Other excluded studies had phe-
nomena of interest that were different from an in-depth
understanding of experiences in caregiving from the car-
egivers’ perspectives [61-72].

Quality assessment

The two reviewers independently conducted critical
appraisal of the eligible studies (Online Appendix 2) and
determined whether they met each criterion. Eight stud-
ies (34.8%) met Criterion 6 (context). Wiens and Daniluk
stated both the cultural and theoretical orientations that the
researchers had towards their study [39]. Both orientations

Records identified
through database searching

Additional records identified
through other sources

(n=1327) (n=28)
Records after duplicates removed
(n=864)
Records screened . Records excluded
(n=864) i (n=2818)
\ 4
Full-text articles assessed Full-text articles excluded,
for eligibility | S with reasons (n =23)
(n=46) * Nine did not meet types of
studies
* Two did not meet types of
participants
* Twelve did not meet types of
phenomena of interest
\ 4

Studies included
in meta-synthesis
(n=23)

Fig. 1 Flow diagram showing the design of the study
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of aresearch group had a potential influence on Tuck et al.’s
study [29]. The other studies meeting Criterion 6 located
the researchers’ language and/or professional backgrounds.
Criterion 7 (impact of investigator) was fulfilled by 12 stud-
ies (52.2%). The relationship between researchers and study
participants was reported by Huang et al. [37] and Molefi
and Swartz [41] and was addressed by Mizuno et al. [42]. In
the other studies meeting Criterion 7, the researchers stated
the critical examination of the influence introduced by them-
selves on the research process and/or the data interpretation.
Conversely, seven studies (30.4%) did not satisfy Criterion 9
(ethics). Despite the ambiguity, all seven studies were con-
ducted in settings associated with health services or medical
care. Therefore, it is reasonable to assume that the research
had been approved by an appropriate ethics review board.
Jungbauer et al. [47] did not meet Criterion 2 (appropriate-
ness of research design). Although they did not clearly pro-
pose a research question, it seemed to be incorporated into
the statement of research methodology. Molefi and Swartz
did not provide sufficient description to fulfil Criterion 4
(data analysis) [41]. This flaw of the study was possibly
influenced by the journal’s space limitations.

Meta-summary

Data extraction resulted in 474 findings as the smallest unit
of structure from the included studies, the characteristics of
which are shown in Table 1. Table 2 shows that the posi-
tive and negative impacts of schizophrenia comprise the
themes of a caregiving process, six burdens of care, and
caregiver benefits. The PF-QF indicated that nearly 50% of
the included reports contained the subthemes of a diagnosis
of schizophrenia and uncertainty regarding future care, fol-
lowed by those of loss of expectations for the relative, loss
of caregivers’ personal lives, unpredictability of pathological
behaviour, and understanding the cause of schizophrenia.
Addressing cultural factors or cultural differences in the syn-
thesis, in-depth descriptions for each of 33 subthemes were
created in accordance with the research protocol. Since the
main purpose of this study was to provide an overview of
the illness impacts on family caregivers, we do not present
the descriptions here.

The process can be divided into six subtheme stages,
during which family members were likely to be burdened
by experiences related to the development of the rela-
tive’s illness. Traumatic experiences start before the onset
of mental illness and proceed through to manifestation of
mental illness. Affected relatives are usually diagnosed with
schizophrenia at a point between manifestation of the men-
tal illness and a crisis situation, after which they may enter
a lifelong course of treatment. From the family members’
standpoint, this process results in ongoing caregiving. How-
ever, illness exacerbations can cause a return from ongoing

caregiving to crisis situations. A randomised controlled trial
demonstrated that, after remission induced by antipsychotics
for first-episode psychosis, 43% of the patients who discon-
tinued the treatment experienced a second episode within
18 months. Even when the medication was continued, 21%
of the patients relapsed [73]. A cohort study indicated that
the relapse rates were 78% and 86% in patients who had
recovered from their second and third episodes, respectively
[74]. Thus, a cyclical structure is present in the relationship
between the two stages, within which family members bear
the seven negative impacts.

The positive aspects of caring for a relative with schizo-
phrenia comprised nine subthemes. Affection is referred to
most often in all studies, followed by compassion, family
solidarity, self-confidence, personal growth, learning knowl-
edge and skills, affirmation, admiration, and appreciation.
The PF-QF of the positive impacts tended to be lower than
that of the negative impacts. The nine concepts can be con-
sidered to be centrally located within the continuous cycle of
caregiving because positive experiences in caregiving were
associated with the metacognitive ability that family mem-
bers have (i.e. capacity for a panoramic view of caregiving
experiences) [75] and high-level constructs of the positive
aspects of caregiving related to inner strengths were likely to
be independent from objective and subjective burdens [76].
The centralisation of positive aspects can also be explained
by similarity to religious teachings. Especially in Buddhism,
a path to reach the state of enlightenment or nirvana in the
endless circle of agonies of life is visualised in sacred art,
mandala [77]. Buddhist families in Thailand seemed to find
more positive values in interpersonal relationships, involv-
ing compassion, through their religious belief [35, 49, 70].
Figure 2 illustrates the illness impacts on family caregivers
that resembles the structure of mandala.

Discussion

This is the first study, to our knowledge, to present a whole
picture of the positive and negative impacts of schizophrenia
on family caregivers by synthesising qualitative evidence.
During the first episode of schizophrenia, family members of
the individual with schizophrenia tend to experience a series
of traumatic events. Subsequently, they encounter an ongo-
ing cycle of caregiving. Within this continuous care cycle,
negative impacts of the illness are experienced, including
uncertainty and unpredictability, loss of expectation of life
and health, lack of personal and social resources, difficulty
in understanding, stigma and heredity, family disruption, and
conflict in interpersonal relationships. The positive aspects
of caregiving emerge at a central position within this circle
because family members can recognise the values of family
solidarity, admiration, affirmation, affection, compassion,
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e ° learning knowledge and skills, self-confidence, personal
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c 85 b = 55 o growth, and appreciation as they free themselves from being
=2 5 E Q. o E® g solely concerned with the seven negative impacts.
T3 258 PoES Considering th t ri bset of excluded quali
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|82, 3 qé-g G 8 tative studies by Hernandez and Barrio [54] and Saunders
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= = =) 2 ) . . .
e £z 5 @ ; = E 2352 §- offers a more comprehensive concept of the negative impacts
@ B = O = . . . . .
<3 % g = %’ k= %ﬂ 2 g ‘éﬁ g)% of schizophrenia on family caregivers. Despite the fact that
= S 2 . o . o
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o research, all the themes represented in these studies have
o0 @ .
'@ S . %’ E been replicated and restructured by the proposed results.
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2| &8 E g2 i é - g -_E = edge and stigma [82, 83], and family relationships [84].
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|28 = E 2BE E 28 £ = Furthermore, a higher level of abstraction of caregiving
S|laE"F ARTE A<TO benefits in the included studies invites a new perspective
of the relationship between positive and negative impacts
during continuous caregiving. The study by Gater et al.
conceptualised the potential benefits to caregivers, but
) % 8 their theme of ‘benefits of caregiving’ mixed practical and
< . . .
2 5 § S E 5 more abstract benefits [48]. Our review integrates practical
S L . . . .,
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= . = & = .. . .
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and the central conceptualisation of the positive aspects of
caregiving. Compared to ‘rewarding personal experiences’
[ [ . . . . s
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2 = confidence, and personal growth. Maturing relationships
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—‘é‘ = Ei and developing mastery might be enhanced by favourable
g 5 z appraisal of mutual behaviour: affirmation, admiration, and
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2 é . appreciation.
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23 2 & - e logical issues in the synthesis of qualitative evidence. First,
S = Q O I . N
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gz 2 = 2 5= s 5 S two researchers without further external and iterative vali-
dation (e.g. multidisciplinary interpretation). In practice,
the first reviewer’s interpretation was checked against the
second’s. Additional verification could increase the validity
= E of the research processes. However, discussion at research
Q fu— - . . .
Z = 2 = meetings was employed as a means to resolve interpretive
g B = S discrepancy and ensure interpretive validity. Second, inad-
Q 3 —_— . .
~ £ S = equate reporting may have adversely influenced the process
- = o . . . .
2 2| 2 —§ o0 of data extraction. When an author provided relatively thin
Q . . . .
s l&]| 2 3 = descriptions of the analysed data, the interpretation was
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Table 2 Meta-summary of the positive and negative impacts of schizophrenia on family caregivers

Elelg &
Included studies 5 1% | & ]
sorted by methodological types: 5 § % g g ; § -
= Descriptive design (n = 10) §_ z 8 z g I Z B 2 4 g E E 2
=  Phenomenology and hermeneutics (n =9), E z|§|s|F§ :é: I S E g2 & g EI%E|e
*  Grounded theory (n = 3) Elz|E2|E|S|E|f|2|c|é|e|- 5| |E2|c|le|f|o|&|& |8
= Ethnography (n=1) e |z |8 |¢ Ele 2le e |e ||| F Zlz|es|elg|2lz]|e|le |7
ela|s|2|g |2 ||| |8 |5 |8 |8 |2|B|R |8 |2|2|B|8
SISI2|B|B|(R|B|2|IB|IB|B|B|B|B|2|BIB|B|B|B|2 8|3
glglsls|z|e|z|z|ls|ls|3|s|2|s|2|8|ls|e|s|z|2 5|8
Themes and subthemes with PF-QF/PI-TR % | 24 | 21 |30 | 21 12 | 42 12 | 39 | 24 6 30 | 36 9 21 | 21 55 [ 39 | 30 | 52|27 |21 39 | 21
Traumatic experiences
=  Life before the onset of mental illness 17
= At-risk mental state 26
= Manifestation of the mental illness 35
= Crisis situations 30
= A diagnosis of schizophrenia 48
= Continuous caregiving 30
Loss of expectation of life and health
= Loss of expectations for the relative 43
=  Loss of caregivers’ personal lives 43
=  Loss of caregivers’ own health 30
Lack of personal and social resources
= Lack of knowledge and skills 22
=  Lack of social resources 39
= Lack of financial resources 26
Uncertainty and unpredictability
= Uncertainty about future care 48
= Uncertainty of the course of schizophrenia 17
= Unpredictability of pathological behaviour 43
Family disruption
" Disruption in family life s [T ] [ 7 1 11 @1 77 7 71 [
= Disruption in family functioning [35] | | | | | | | | | | | | [ | | [ | | | | | |
Conlflict in interpersonal relationships
= Conflict between caregivers and the ill relative 26
= Conlflict between different types of caregivers 26
= Conlflict between caregivers and professionals 22
Difficulty in understanding
=  Understanding the meaning of schizophrenia [22] | | [ [ [ [ | [ [ [ [ | | | [ [ | [ [ [ [ |
= Understanding the cause of schizophrenia [43] | | | | | | | | | | [ | [ | [ [ | | | | | |
Stigma and heredity
= Possible heredity of schizophrenia [17 ] [ [ [ [ [ [ [ [ [ [ [ [ [ [ [ [ [ [ |
=  Stigma attached to schizophrenia ‘ 39 | | | | | | ‘ ] | | |—| | |—| | | | | |—| | |
The positive aspects of caregiving
=  Family solidarity 22
= Admiration 13
= Affirmation 17
= Affection 26
= Compassion 22
=  Learning knowledge and skills 17
= Self-confidence 22
= Personal growth 22
= Appreciation 9

PF-QF proportional frequency of qualitative finding, PF-IR proportional intensity of thematic reporting

more likely to depend on the reviewers’ perspective. A lack
of information also makes low study quality less detectable
during quality assessment [85]. Third, conceptual breadth
might be undermined by the exclusion of studies with low-
quality methodology and reporting (e.g. unpublished aca-
demic work). There is controversy over whether studies
with low methodological quality should be excluded from
synthesis. Methodologically flawed studies do not always
equate to a lack of deep understanding, so they might offer
novel insight into the phenomena of interest [86]. However,
empirical evidence suggests that additional interpretation of
findings after excluding studies with inadequate reporting
quality in two systematic reviews was not missed [87].

Our results contribute to the promotion of the men-
tal well-being of families with a member with schizo-
phrenia. Family intervention has been established as an

@ Springer

evidence-based practice to reduce relapse and rehospitali-
sation in patients with this disorder [88]. However, numer-
ous such interventions were not sufficient to accentuate the
beneficial effects of caregiving on family members [14]. In
this review, we propose a set of caregiver benefits along-
side seven adverse impacts, which can be used as a theo-
retical method to design health-service interventions for
users and their relatives. We propose that, to strengthen the
benefits, health-care interventions should aim at encourag-
ing favourable appraisal of interpersonal relationships and
help bolster inner strengths. Before creating the interven-
tions, future research is needed to develop a new assess-
ment measure to establish the validity of the study findings
and to assess how patient recovery is associated with posi-
tive impacts on family caregivers.
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Lack of personal
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schizophrenia (17) schizophrenia (17)

+ Understanding the cause of

Continuous caregiving
(30)

Fig.2 Conceptual diagram of positive and negative impacts of schizophrenia on family caregivers. Figures in parentheses represent the propor-
tion of the number of included studies with a particular subtheme by the total number of all the studies
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