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Abstract

The stigma of non-communicable respiratory diseases (NCRDs), whether perceived or otherwise, can be an
important element of a patient’s experience of his/her illness and a contributing factor to poor psychosocial,
treatment and clinical outcomes. This systematic review examines the evidence regarding the associations
between stigma-related experiences and patient outcomes, comparing findings across a range of common
NCRD:s. Electronic databases and manual searches were conducted to identify original quantitative research
published to December 2015. Articles focussing on adult patient samples diagnosed with asthma, chronic
obstructive pulmonary disease (COPD), cystic fibrosis, lung cancer or mesothelioma, and included a
measurement of stigma-related experience (i.e. perceived stigma, shame, blame or guilt), were eligible for
inclusion. Included articles were described for study characteristics, outcome scores, correlates between
stigma-related experiences and patient outcomes and methodological rigor. Twenty-five articles were
eligible for this review, with most (n = 20) related to lung cancer. No articles for cystic fibrosis were
identified. Twenty unique scales were used, with low to moderate stigma-related experiences reported
overall. The stigma-related experiences significantly correlated with all six patient-related domains explored
(psychosocial, quality of life, behavioral, physical, treatment and work), which were investigated more widely in
COPD and lung cancer samples. No studies adequately met all criteria for methodological rigor. The inter-
connectedness of stigma-related experiences to other aspects of patient experiences highlight that an
integrated approach is needed to address this important issue. Future studies should adopt more rigorous
methodology, including streamlining measures, to provide robust evidence.
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Background

Respiratory diseases represent a major public health
concern due to their high frequency, economic burden
and social impacts.! The majority of serious respira-
tory conditions are incurable. Causes are varied; how-
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ever, many are considered to be largely preventable.”
Non-communicable respiratory diseases (NCRDs),
which are conditions of long duration and generally
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slow progression, are one of the main types of chronic
conditions in the world.> In high-income countries,
NCRDs such as asthma, chronic obstructive pulmon-
ary disease (COPD), interstitial lung disease, cystic
fibrosis, pulmonary arterial hypertension, lung cancer
and occupation-related conditions are a substantial
contributor to mortality and illness-related burden.’
While the disease-related experiences of these
patients may differ widely, it is important to under-
stand whether common factors can potentially con-
tribute to their health and general well-being.

NCRDs can significantly impact various aspects of
patient outcomes. Functional capacity can become
limited with symptoms including wheeziness/breath-
lessness, cough, fatigue, chest pain and/or tightness,
or presence of blood or sputum. However, beyond
physical outcomes, psychosocial well-being and qual-
ity of life can also be affected.® This has been demon-
strated in previous studies where NCRD patients
reported experiencing issues related to loss of inde-
pendence, altered family dynamics, feelings of social
isolation, embarrassment, guilt, fear and body image
disturbances.” ™ Of important note is the potential
ripple effect towards adverse clinical outcomes. For
example, in a sample of patients with late stage lung
cancer, depression was found to be associated with
poor treatment adherence and prognosis.'® This high-
lights the inter-relatedness of factors that influence
patient outcomes and the need for an integrated
approach to patient care and management in order
to improve well-being, treatment and potentially sur-
vival outcomes.

Emerging research suggests that stigma-related
experiences may be frequent among individuals with
a number of health conditions, including NCRDs.""
Contemporary concepts of stigma can be traced to
Goffman’s work, which is described as an attribute
that discredits or devalues individuals, reducing
them ‘from a whole person to a tainted, discounted
one’.'? More recently the stigma concept has been
reframed for health-related contexts as an adverse
social judgement ‘based on an enduring feature of
identity conferred by a health problem or health-
related condition’."? Internalized or self-stigma may
manifest when individuals become aware of the neg-
ative social perceptions attached to particular diag-
noses and consequently anticipate prejudice or
discrimination. Individuals may also carry self-
blame on account of their behavior that can drive
feelings of shame and guilt about their condi-
tion.'*!> Therefore, while stigma, shame, blame and

guilt may be distinct psychological concepts, they
can be considered related under the term ‘stigma-
related experiences’.

In the context of NCRDs, self-stigma may occur
regardless of how the condition was acquired
(whether through lifestyle behavior or congenital/her-
editary factors). Given that tobacco is the main mod-
ifiable risk factor for COPD and lung cancer,'® the
perceived controllability of an individual’s smoking
behavior may influence social reactions to disease
onset. A survey of the general population showed
respondents were more likely to hold lung cancer
patients with a smoking history accountable for their
condition compared to their non-smoking counter-
parts.'” Similarly, more than one-third of people
with COPD attributed their diagnosis to personal
behavior.'® Cystic fibrosis, an inherited condition,
is also subjected to adverse public responses,'® given
its links to poor physical outcomes and premature
mortality.*

While mostly anecdotal, the literature suggests that
stigmatizing attitudes can variably influence patient’s
health and treatment behaviors. COPD and lung can-
cer patients have reported delays in seeking medical
assistance on account of not having their concerns
addressed seriously by health professionals or feeling
unworthy of receiving treatment.?! Patients with
asthma have reported feeling embarrassed using treat-
ment in public,?? while cystic fibrosis patients
describe feelings of unease at producing socially
unacceptable symptoms (e.g. sputum);> this can con-
tribute to issues with treatment adherence which is
commonly poor in this population.**2® Such experi-
ences can act as significant barriers to achieving opti-
mal patient care and health outcomes.

The stigma literature in NCRDs is increasing. Evi-
dence suggests that patients with a range of NCRDs
report feelings of perceived stigma, shame, blame or
guilt.?*2127-28 These experiences may generally be a
feature of the social context of disease, contributing to
not only the personal barriers to seeking treatment and
care, but also adherence to treatment and hence over-
all physical and mental health outcomes.”® While it
seems that stigma-related experiences can be a con-
sistent experience in NCRDs, notably the aetiology,
severity and familiarity of illnesses vary. Therefore,
stigma-related experiences may (or may not) vary by
condition. However, a comprehensive and current
review of the data regarding stigma-related experi-
ences and their broader impacts on a range of respira-
tory diseases is lacking.
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Recently, a review investigated the impact of lung
cancer stigma and nihilism on patient outcomes and
concluded that perceived stigma is evident and addi-
tional research is necessary.>° This review aims to build
on this work by examining the experience of stigma in
addition to shame, blame and guilt among a wider scope
of NCRDs, exploring the potential impacts across the
full range of patient outcomes. This will allow common
features of stigma-related experiences to be identified
across groups, to highlight unique or shared contribu-
tory factors to such experiences, and describe the influ-
ence on patient outcomes. Understanding the patient
experience in this respect is needed to understand how
to best engage and support people during provision of
health care.>'* To facilitate this understanding, asses-
sing the methodological rigor of the literature is also
required to enable the development of recommenda-
tions informed by strong and robust data.

Specifically, the aim of this review is to examine the
current evidence regarding stigma-related experiences
(inclusive of perceived stigma, shame, blame or guilt) to
patient outcomes within the following NCRDs: asthma,
COPD, cystic fibrosis, lung cancer and mesothelioma.
The literature will be described in terms of:

1. the number of articles relating to each NCRD
and study characteristics;

2. the prevalence of stigma-related experiences
across NCRD groups;

3. associations between reported stigma-related
experiences in each NCRD group and patient
outcomes across domains that were identified
in the literature search; and

4. the quality of evidence in identified articles,
including whether study populations were rep-
resentative of disease groups.

Methods

A systematic review was conducted using the
PRISMA statement.’®

Search terms

Search terms were generated iteratively by the
research team and reviewed by an experienced med-
ical librarian. Searches were conducted in December
2015 using a selection of electronic databases to
retrieve original peer-reviewed publications and
unpublished studies from the grey literature. Manual
searches were also conducted to ensure all relevant
articles were identified. This included searches in

Google Scholar, whereby the first 100 results were
reviewed for relevance, and websites of organizations
applicable to the NCRDs of interest. Table 1 details
the search terms and sources of article retrieval.

Inclusion and exclusion criteria

Articles were included for review if they involved:

1. an adult (18 years or older) patient sample;
measurement of stigma-related experiences
(inclusive of perceived stigma, shame, blame
and guilt); and

3. one of the five following NCRDs: asthma,
COPD (including emphysema and chronic
bronchitis), cystic fibrosis, lung cancer and
mesothelioma.

The listed NCRDs were selected because of their
high international prevalence®> >’ and varying aetiol-
ogies (e.g. behavioral, occupational and genetic),
perceived controllability (e.g. role of modifiable or
non-modifiable factors) and severity. This allowed for
potential stigma-related consequences to be compared
and contrasted based on specific disease factors.

Articles were excluded if they:

1. were duplicates;
were not published in English;

3. were a review, editorial, commentary or
protocol;

4. did not describe original research;

5. described solely qualitative findings;

6. exclusively reported aggregate findings across
conditions not of interest to this review; or

7. did not assess stigma-related experiences in
relation to patient outcomes (e.g. examined
inequities or discrimination based on gender,
race, socioeconomic status, etc.).

As research in health-related stigma is an emerging
field, the year of publication was not limited. The
information extracted from articles included author,
sample size, sample characteristics (age, gender,
smoking status, disease severity and time of diagno-
sis), disease type, the stigma-related measure used
and stigma-related findings.

Quality assessment

Appraisal of the inclusion and exclusion criteria for
each article was conducted by a first coder (SR) and a
random sample (10%) was independently checked by a



202

Chronic Respiratory Disease 14(3)

Table I. Search strategy.

Search terms

Sources

Peer-reviewed [‘stigma.mp’ OR ‘exp prejudice’ OR ‘exp shame’
OR ‘blame.mp’] AND [‘chronic respiratory
disease.mp’ OR ‘chronic lung disease.mp’ OR

literature

‘exp lung disease, obstructive’ OR ‘exp

CINAHL, Cochrane Review Database, Embase,
MEDLINE, PsycINFO, Scopus and Sociological
Abstracts

respiratory tract disease’ OR ‘exp lung disease’]

Grey literature [stigma OR ‘prejudice’ OR ‘shame’ OR ‘blame’]

Dissertation and Theses, and PsycEXTRA

AND [‘lung’ OR ‘respiratory’ OR ‘pulmonary’]

Additional [stigma OR prejudice OR shame OR blame] AND Google Scholar
searches [lung OR respiratory OR pulmonary]

Manual N/A Bibliographies of relevant identified reviews.
searches Websites of relevant organizations: American

Cancer Society; American Lung Association;
Asthma Foundation of Australia (National and
state-based); Australian Lung Foundation;
Australian Respiratory Council; British Lung
Foundation; Canadian Lung Association; Cancer
Council Australia (National and state-based);
Cancer Research UK; Cystic Fibrosis of Australia;
European Lung Foundation; European Respiratory
Society; National Asthma Council Australia

second coder (DR). Of included articles, data was
extracted by a first coder (SR) and a random sample
(20%) was independently checked by a second coder
(DR). Data extraction of all included articles was per-
formed independently by two coders (SR and DR). Dis-
crepancies were resolved through discussion. At all
stages, more than 90% agreement between coders was
achieved.

The methodological quality of all included studies
was also assessed independently by two separate
coders (SR, CP, AB and BK) using an amended ver-
sion of the McMaster criteria form for quantitative
studies (intervention criteria removed and replaced
with sample representativeness criteria). Discrepan-
cies were discussed until consensus was reached.

Results
Volume of articles

A total of 1431 articles were retrieved from the liter-
ature search (Figure 1). An additional 27 articles were
identified via manual searches. Of these, 25 (peer-
reviewed, n = 22; grey literature, n = 3) were
included for this review.

Most studies (n = 20) involved people with lung
cancer.*® The next most common participant group
was COPD (n = 4),'84%3%% fo]lowed by asthma?’->%!

and mesothelioma®® (some articles examined more
than one NCRD). No identified article examined
stigma-related experiences in relation to cystic fibrosis.
Table 2 summarizes the sample characteristics.

Prevalence of stigma-related experiences

Articles examined NCRDs in relation to per-
ceived stigma,27-39 42:44:45:47-52.56-59.61 ¢hame op
guilt**46:323%69 and plame.'®°1335 Generally,
most samples within each NCRDs tended to report
low (i.e. aggregate scores in the lowest third of the
possible total) to moderate (i.e. aggregate scores in
the middle third of the possible total) scores of
stigma-related experiences (Table 2). However,
higher aggregate stigma-related scores (i.e. aggregate
scores in the highest third of the possible total) were
reported in COPD'® and lung cancer samples.**>%!
Overall, perceived stigma was measured via 10 dif-
ferent scales, blame via six separate scales and shame
or guilt via five unique scales (Table 2).

Associations between stigma-related experiences
and patient outcomes

Twenty of the 25 articles
stigma-related experiences

investigated
with patient
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Electronic database search (n = 1,431)

Peer-reviewed publications and grey literature identified in CINAHL, Cochrane,
dissertations and theses, Embase, MEDLINE, PsycEXTRA, PsycINFO, Scopus
and Sociological Abstracts

A

1

Excluded, duplicates (r» = 407) ’

Title and abstract review (n =1,024) ’

Manual search (n =27)

Additional articles identified in Google
Scholar, websites and reference list of
identified reviews

A

—

Excluded, not relevant (n = 891) ’

Full-text review (n = 160) ’

nxcluded, not relevant (n = IQ

A 4

A

A

« Stigma not measured (n = 39)
« Article type (n =29)

+ Qualitative study (n = 15)

+ Not patient sample (n = 13)
+ Sample <18 years (n=11)
« Other conditions (n = 5)

+ Not English (n=3)

« Other (n =20)

\ /

Articles included in review (n = 25)

Figure |. Flow chart of review process.

outcomes, |8:27:39-45:47-49.52.53.55-60 Tpo remaining
studies either did not investigate patient out-
comes*®>*®! or reported combined findings with
other disease groups (i.e. not NCRD) that were not
relevant to this review.”*!

Outcomes associated with stigma-related experi-
ences by the study participants were identified in the
following six domains: psychosocial, quality of life,
behavioral, physical, treatment and employment.
Broadly, stigma-related experiences were shown to
have significant associations with all domains
(Table 3). These relationships were investigated more
widely in COPD and lung cancer; however, fewer
domains were explored in asthma (psychosocial,
physical and employment) and mesothelioma (beha-
vioral only).

Stigma-related experiences and psychosocial outcomes.
Fourteen articles investigated the possible associations
between stigma-related experiences and psychosocial
outcomes among patients with asthma,>’” COPD'®*°
and lung cancer 9 42444547-4953555758 1y narticy.
lar, the association between perceived stigma and
depression was most frequently investigated, with all
studies indicating a significant positive relationship.
Studies in COPD and lung cancer examined similar
patient psychosocial outcomes. Blame from others,
family functioning and dyadic adjustment were found
to significantly correlate with self-blame in both dis-
ease groups.'®7>-> Prevalence data also indicated that
COPD and lung cancer patients frequently experience
perceived stigma, where disease onset can be attrib-
uted to personal responsibility.*” However, anxiety



(panunuod)

rw3ns
| =saJ0ds | %1 T = J9ASU %6/ bl =N
yTI-1€ = Xd Jo juaJund :sme3s upjows (5011 = gs) si Jaoued 3unT
:28ued 24005 9|eds 'w3Ng ewi3ns WN Xp 2duls swi]  7£'96G :(uesw) a3y 1, AIspodg
(s'81 = @S) £'S/ :(uesw) 24035 | ¢ swal 'ON JaoueD) 3un op[eieD) PaAIRdIRd YN :AUJ2A3S aseasiq %9T S9N pue op[eieD)
%ETE = JOABU 19 /7/9 = X3
ew3ns Jo 3ua4und :snyeIs Supjows
| = seu02s | YN :Xp 92uls sawl ] €6 =N
bTI-1€ %T (2’8 = Qs) J433ued 3un
:a8ued 940dg 9edg ewang rwidns =AS%TIE= M %1'S] =1l suk 79 :(ueaw) ady o0y 1€ 22
(s'11 = @s) 989 :(uesw) 24035 |¢ :swal 'ON JasueD) 3un op[eieD) PaAIRdIRd ‘%G°/ = | 93e3s :A1119A3s aseas|q %9°/E SOB]  SlJeH-Ja1ueD)
swe|q-j|os
| = sou02s |
el
:a8ued 2400g awe|q %9y | = JOAdU ‘%p'G8 = Xd
(I't = @s) £7| :(uesw) au0dg | :swd)l 'ON  -}|os |edIS0|ous1dRIRYD Jo jua.und :smeys Supjowg 691 = N
awe|q-§|os (21 =as) Jaoued 3unT
Jaoued Joy Aj@1sjdwod, Jo yonw | = saJ03s | ow ¢ :(uesw) xp aduls swi| B3
AdaA, saARsWRY) PaWE|q %9°L HIPO -l %L9¢  (1'01 = @s) s Anqiy
(FT1=as) 9Tz s0d ow 9 :23ued 240D = AL'%STE = Il ‘%51 = I 6'79 :(ueaw) a8y :  ‘[e13 Jojke |
‘(171 = @S) 6T ‘ulespq :(uesaw) 403G | SW)| 'ON SWe|q-J|3S [BJOIABYDY SWE|G-HRS  ‘%E'9| = | 93e3s AILI9ASS aseas|q %L T9 SOBIN -pewJaed)
rwW3NS
| =saJ0ds | %E0T = J9A3U 19676/ = X3 6¥1 =N
yTI-1€ Jo juaaund :smeas upjows (zo'|| = gs) si Jaoued 3unT
:a3ued 940dg 9edg 'wng rwIdns WN :Xp 2duis awi] 896 :(ueaw) ady A LET
(81 = @s) 6'S/ :(uesw) 24035 | ¢ Wl 'ON JaoueD) 3un op[eieD) PaAIRdIRd YN :AUJ2A3S aseasiq %8'HT SOl  uosuyo[-umougq
ew3ns
| = sou02s |
9/—0 UN :smeis Supjows
%p| ewdns oN  :@8ued 240§ %¢| = oSe
%1§ rewdns moT (8t saeak 0| > ‘%8¢ = ode suedk | < (8'¥1 = as) IUL=N
%17 rewdns wnipa}y sey Jeuilio) y3jeay rw3ns %6y = POOYP|IYd :xp jo awil] sJL ¢ :(ueaw) a8y BUIYISY
%p| Bw3ns YSIH | SWSl 'ON  [EIUSW JOj S[edS BWSNG  PIAIDDIDY YN :AI1I9A3S aseasi(] %¥'9T ‘SO . '|B 32 SMaJIpUY
s3uipuy patioday uonelaudusul 9JEdS  AWOdINQ aseasi( sajydesdowaq azis a|dwieg
(s)a¥oN
aJunsesw pajejal-ewdng sonsiua1deIRYd 9|dwes Joyany

‘s3uipuyy pajejaJ-ew3ns jo uondlidssp pue sonisleldeleyd djdwes jo Asewwng °g djqe

204



(panunuod)

3N
pue aweys
| = sau0ds |
|
:98ued 240dg
(s1

(60 = @sS) 5| :(ueswy) a403s 3jIND) sey Jeudlio) 9edg  3Ind pue
(0’1 = @s) £'| :(uesw) sJ0ds sweys Q] :SWay "'ON  I|IN5) puUE dWeys eI awieys
ew3ns %p'8 = JOAIU ‘%9’ |6 = X3 96 = N
| = saJ03s | Jo jua4und :smes Supjows Jaoued 3un
Sl ow | xp dduisdwi] (71| = AS) s LD
:98ued a40dg ewSns paAddIad rwISNS %00] = dnheiselaw /°S9 :(ueaw) a8y Cilllelglen|
(60 = @S) 6’| :(uesw) 24015 9 :swaY 'ON pale[aJ-JadueD)  PaAIdDIRY ‘Al @3e3s :A1119A3s aseas|q %1 S9N ‘,,359n0-3s|3
%71 = 3USJIND IdjoWS
YN Xp @duls awi|
% = UMoWwj|un 97} = deiselaw
‘%96 = pazI[ed0] :A11I9A9S asessi( 001 =N
asuodsau 9ouepuane %G = Asdoiq ou ‘pawnsaud suA  ewolayrosaw
souepuainre dnoug 3uoddns paziio3ae) dnou8 ju10ddns ‘%G = BWOIPYIOSaW ‘%9 | = 89 :(uelpaw) a8y pue Jadued 3unT
0} JalaJeq B Sk sweys pajdodad 40| | :Swdll 'ON 0} J3llJeq SE dWeyS aweys DIDS ‘%L = DT1DSN :2dk asessig %8S ‘OB ¢, [€ 39 11ARQ
ewsns %L1 = JIASU 1%€8 %8 LL =
| = seu02s | = AJoisiy awnayl| :snyeys 3upjows sk 0L< ‘%L Sy = ISI =N
vTI-I€ (21 =as) s 69-09 ‘%S'9C J492ued 3unT
(Ajuo suonerdosse :23ue.d 2400g 9|eds rwing rwI3NS Pam |6 :(uesw) xp dduls swi] = sJk 09> @3y LR
erw3ns se paydodau) YN :(uesw) 24025 | ¢ swall "ON JaoueD) 3un op[eieD) PaAIRdIRd YN :AII9A3S aseasiq %TS S9[el slaquieyD
ewdns
| = sau02s | %G'07 = J9AIN ‘%G'6/L = XO
yZI-1€ Jo juaJun?) :smeys Supjowg sak 061 =N
:98ue. a40dg 9eds ewdng rwISNS YN :Xp 9duls awil| 1°56 :(uesw) a3y Jaoued 3unT
(z0z = as) 97701 :(uesw) au1odg | :swal "ON JasueD) 3un op[eieD) PaAIRdIdd YN :AUJ2A3S aseasiq %9S S[EW 4, [e 39 Op[eIRD
sSuipuly pajuoday uonelsudisiy 9Jedg BwWodINQ aseasi( soiydesdowaq azis a|dwreg
(sS)a¥DN
sJnsesw paieRJ-ewng sonsiua1deIRYd 9|dweg Joyany

(panunuod) - sjqeL

205



(panunuod)

rW3NS
| = sou02s |

96—+C
:98ued 940dg

(6’11 = @s) 6Ty :(uesw) a1odg T sway ON

ew3ns
9eog 3oedw| [BID0S  PAAIRIIRY

%9°C| = JOAdU %} /8 = X
Jo 3ua4und :snyes Supjows
(o€ = as)
ow |'g| :(uesw) xp dduls dwi]
%€'99 = Al ‘%L€E = Il
sagels :A11I9ASS aseasi(]

96 =N
(6£'8 = @s) sk Jadued Sun
$0'%9 :(ueaw) a3y gyu2sqo0e(

%1 ¥ S9Bl]  PU® Zo[eZUOD)

%ETL = JoN3U %17/ = X®
JO juadJdJdnd :snjels MC_V_OEW

(T6'LT =

ewi3ns as) ow 95-0g :(uesw) xp souis swi|
| = seu02s | %9'H8 = SAISUIXD
96—+ %S| = pauwWl :DTDS %kT9  (99'6 = AS) SHA LIl =N
:a3ued 9400g rwidns = A%SEE = 1'% = 117 9 (ueaw) a3y Jasued 3un
(AN = as) v'or :(uesw) 21035 7 swall "ON 9edg 1oedw| [BIDOS  PAAIadJRY age1s :DTDSN :AllIaAas aseasi( %9°6¥ SOBIN ,,Z2[eZU0D
UN :smeis Supjows
asuodsau %00| = OW g> :Xp ddUIS dWI] %ST = 0/<
pazii03a3e) 9%E7 = SOseISEIaW Juelsip %69 = 0/ /S=N
NIN (padojaasp Joyine) %0p = soseiselaw |euoldad  —QG %9 = 0§> P8y Jaoued 3unT
31N jo s3uijeay paliodau %g SWa)l 'O SIsouSelp Jadued Ul 3jINo) 1011 ‘9, € = [eJ0] :A1119ASS aseasI( %SL ‘SO[EW g, [e 32 Bungsui
rwidns
| = sou0ds |
|
:23ue.d 9400g
(1
sey [eui81uo) sjeds  Iing pue
(60 = @sS) 97| :(uesw) au0dg Q] :SWal 'ON  IIND) pPuE dWeYS 3eIg awreys
ewdns
| = sou0ds | UN :sme3s Supjows 9% =N
| UN xp aduis awi] (67’11 = @S) sIA Jasued 3un
:98ue. 240dg ewSns paAddIad rwISNS %00] = dneiselaw 859 :(ueaw) a8y 183
(g'1 = @s) 57 :(uesw) au0dg | swal 'ON pale[aJ-JadueT)  PIAIdDIRY ‘Al @3e3s :L1119Aas aseasiq %1 S9N 1sanQ-as|g
sSuipuly pajuoday uonelsudisiyl 9JedS BwWodINQ aseasi( soiydeadowaq azis a|dwreg
(S)Q¥ON
9Jnsesw paiejRJ-ew3ng sonsiua1deIRYd 9|dweg Joyany

(panunuod) - s|qeL

206



(panunuod)

(3’1 = @s) €€ :(uesw) au0dg

(55 = @s) 961 :(uesw) a40dg

awre|g-y|as

| = sau02s |
Sl

:28ue. 240dg

| :swall "oN
ew3ns

| = seu02s |
S—¢€l

:98ued 24008

€] swa "'ON

awre|q-j|eS

(s[eosqns

'WS3NIS paAIdJad)

an3oje1ed MalAIRIUI
[opow Auojeue|dx]

SWwe|q-§|3S

rw3ns

%p'8 = JBARU %9° |6 = X
Jo jua.und :smels Supjowg

%00 = sJk €> Xp {duls auwl |

%Ly | = padueApe

POAIRdIRd ‘%E°G8 = PZI[ed0]| AIIIDASS ISBASI(

(Ly01 = @s) sik
0'v9 :(ueaw) a3y
%T OV SO | o T8 3R 19997

L0l =N
Jaoued 3un

%€ | = J9AdU 1%9°'8q = Xd

Adeaayy asuodsau Jo jua.und :smeys Supjowg sk $0l = N
ua8Axo wua3-8uo| 3uisn o3 jurejdwod paziio3aieD) JusWIED.) WN :Xp 2duis awil]  /'9/ :(uesw) 8y adod
® Se aweys [e1d0s pandodad %G || | Swal ‘ON 01 uoneaJ ul sweyg sawreys UN :A142A3s asessiq %519 SOEW y[e 3D SoudsIE
'rW3NS
| =saJ0ds | (Sreosqns %CE = JOASU 1%89 (09 VLC=N
S/ rw3ns [ed18ojoydAsd) = Xd J0 JuaJJnd :sme3s 3upjows —g| = a8ued) sk adod
:28ued 24005 Asaing uoluldo ewi3dns WN Xp 2duis swi]  Qp :(ueipaw) a3y pue BWYISY
po1JodaJ 10U $2.402S dDUBEADId 7 SWII 'ON ssau||| Adoredidsay PpaAIedIRd UN :A12A3s aseasiq %b9 SOIEW  [E 32 uadey)
%S'T| = (spusty
JA|lwey jo sso| “8-9) sadueyd a|A1sayl| asuodsa.
9%G°7] = 9N X1 YIIM JUSWISSBIIBqWID psziio8ae)
‘9%0G = 19suo aseasIp Joj Ajiqisuodsay | :swal ‘ON WSS JO sA2UNOG
rWS3NS
| =saJ0ds | %001 = x® 6l =N
956 Jo juaaund :smeas upjows  (geZ = Qs) sH Jasued
(Ajuo suoneosse :a8ued 940dg rwidns WN Xp 2duls swi]  89'g9 :(uesw) a8y 3Bun| pue AdOD
ew3ns se pajuodau) YN :(uesw) 24035 ¢ sWA "ON 9edg BWSNS  PaAIRdIR( UN :AI4aA3s aseasiq %y LY SO oyUSUEH
s3uipuyy paloday uonelsudusul 9JBdS BAWOoNINQ aseasi saojydesSownq azis s|dwieg
(s)a¥ON
9J4nseaw pajejRJ-ewdng sonsliaeIRYd S|dweg Joyiny

(penunuod) ‘g a|qe L

207



-aseas|p AJeuownd

9AII2NUISGO DIUCIYD (O SIBA 1A JUBWIEBR. X2 UONEBIASP PJepuels :(S ‘4adued 3un| |92 |jews :D7DS ‘4adued Sun| |92 [lews—uou DTSN ‘Pariodad J0u 1yN Syauow :ow ‘sisouselp :xp

'rW3NS
(8¢ = @s) 8 ‘|o4u0d | = sau00s | (ereosqns o =N
{(g'c) '/ ‘uonusainui 1s0d Jpak S/ rw3ns [ed18ojoydAsd) WN :smeis Supjows (91 = as) eULIYISY
1 (9§ =@s) 0] ‘|ouod (g€ = Qs) :98ued 240dg AdAang uoluidp rwISnS WN :Xp 2duis awi|  sJf g :(ueaw) ady N LET
0’6 ‘UonRUIAJAIUI ‘ulasDq :(UBdW) D4ODS 7 SWI "ON ssau||| AJojedidsay PpaAIRdIRd YN :AUJ2A3S aseasiq %S°TS S9BIN e3unJewiwos
%5°0€ = Xp 3sod 3nb ‘% G'69 = xp
03 Joud 1nb :snye3s Supjowg
ewdns (z1 = @s) siL p'¢ :(ueaw)
] = seu00s | uol3d9saJ [ed2184Nns ddUIS B |
£9-0 YN xpaduisawi] (g8 = QS) sih ¥l =N
:23ued 9400g (psadepe) ewdns %6’ 1€ = g| 93e1s 170/ :(ueaw) a3y Jasued Sun
(972 = @s) 9'17 :(uesw) s40dg |7 :SwWa)l "ON  d[edS W3NG PUB SWEBYS PIAIRDIRY ‘%p'/9 = V| 23e3s :A11I9ASS dseasi %E"8E SOBI gs |€ 39 UBYS
asuodsau %00| = Jajows
pazii03ae) -X3 J0 JU.4INd :snie3s Supjows 0S=N
paxouws NIN %00] = >o9Mm | :xp duls awl| SJA €9 :(ueaw) a8y Jaoued 3un
Suiaey Joy 3948au 4o INS, I3y % TH SwRll "oN 1843834 Jo 3Ind jo s3uljpa4 N YN :AI149A3s aseasiq] %9 S9N 45 T8 32 [13S
awe|q
| = sou02s |
(0] ot
:98ue.d 240dg Ajlwey
(7 = as) 87 :(uesw) au0dg | swall 'ON WO} dWe|q PaAIRdIdg awe|g
awe|q-j|as
] = sau00s | (3reosqns awelq
S|1—¢€ -j|as |ed18ojoua0eaBYD)
:a8ued 2400g 9|edS [03U0D
(67 = @s) 9'8 :(uesw) 24005 ¢ WLl 'ON JO SNDOT YIedH [eudaiu|
Swie|q-j|3s %161 =
| = seu02s | SIKGLZ %L b =
(0] Bl %1°91 = 3ua44nd :snies Supjows  suh §/—G9 ‘%7 6E 86€ = N
:a8ued 24005 YN :Xp 2duls awil| = suk 9> 3y adoon
(0z = @s) 78 :(uesw) au0dg | :swa)l "ON SWE|q-}|9S [eJOIABYDY DWE|q-§|oS AN :AlJ9Aas aseasiq %8'1G S?e 4, [e 32 uedyne|d
sSuipuly pauoday uonelaudisiyl 9Jed§ BwWodINQO aseasi( sojydesSowaq azis a|dwreg
(s)a¥dN
aunseaw pajejal-ewdng sonsiuaIdeIRYd 9|dweg Joyany

(penunuod) ‘g a1qe L

208



*p23e313S9AUI 10U UOIIEIDOSSE — {p3sa] A|[ed13siIels Jou Ing paIeSiIsaAul UOIEIDOSSE 1) ‘Po13I3P I0U
31In8 Jo swreys ‘owe|q ‘ewdis paAIed.Iad yam uoneldosse Juedyiusdis A|[edsiels su (pa1dalep 3|Ing o sweys ‘owe|q ‘ewdns paAledaad yim uoneidosse Juedyiusdis A|[ednsnels : 4 asessip Areuow|nd
9AI9NIISGO DIUCIYD :ddOD “IuswAojdws-9 UlRWOPp 9] QuUdWILs.II-G UlWOp :G(] ‘[edisAyd-p urewop (] ‘[elolA_Yaqg-§ UlRWOPp €] Ol Jo Aujenb-g urewop :zq {eposoysAsd-| urewop :|q

- - - - - - 0 - - - - - - - - - - - - - - - - - - - - 001 g leRIMeg
(91dwes pauiquiod) ewolpYI0SaW puE JoduEd Jun
- 0 - - - - - - - - - - - - - - o] - - - - - - (o] - - - 6l UOSUBH
(s1dwes pauiquiod) Jadued Sun| pue qdOD
P - - p - su . - - - - - - - - - - - - - - - - - - - - WL gTe umdey
(o1dwes pauiquiod) Q40D pue ewsy
- - - - - - - - - - - - - - 2 - - - - - - » - - - - - vl g I¢ 32 UBYS
- - - - - - - - - - - - - - - - su - - - » » - - - - - 691 TR 3 Anqi
- - - - - - - - - - - - - - - - - - - - - - - - - - = 96 gIr30@ U007
gyU95q0%¢[
. - - - - - - - - - - - - - - - - - - - - - 2 - - - - % puUE Z3[eZUOD)
- - - - - - - 2 - - - - - - - - - - - - - - » - - - - L 23[ezuon
_ — - — A - - - - - - - - 2 - 2 - - 2 - - - 2 - - 2 - 9% Xumoso.mm_m
5 1F %
- - - - - - - - - - - - - » - - - - - - - - » - - » ,r9% 352nD-353
- - - - - - - - 2 - - - - - - - - - - - - » s - - » = IS ,gTe 0 siaqueyy
- - - - - - - - 2 - - - - - - - - - - - - - » - - - - 06l R opeR)y
,Prspoag
- - - 2 - - - - - - - - - - - - - - - - - - s - - » . 4 pue opeie)
PRLES
- - 2 - - - - - - - - - - - - - - - - - - - - - - - - € SLLIRH-J9)1eD)
- - 2 - - - - - - - - - - - - - - - - - - - - - - - - €6 ggSHHEH-RMED
AL
- - - - - - - - - - - - - - - - - - - - - su - - 2 - - 49| Jojke|-ydeuLie)
Tl
- - - - - - - - - su 2 2 2 - - - - - - - - - 2 - - A - 6yl uosuyof umoig
Jadued dum
- - - su - - - - y - - - - - - - - - - A - - 2 - A su - 86 g le20 uedynEg
- 0 - - - - - - - - - - - - - - - - - - - - - - - - = J0I oyTe 30 souesIEy]
adoo
- - - - y - - - - - - - - - - - - 2 - - - - - - - - - U TR smalpUy
BwpSYy
wsioaluasqy  asn 3upess swordwAs jeay uoneziendsoH  asn jusw(eaduod ay|jo [emiidg [eog [ediB0joydAsq [edIsAY4 weanss mosd  wsiundg doddns jesy Assasely Buiuonouny jusunsnipe sseuasiq uoissaadaq  Jes  sueyo Awixuy JeBuy U Joyny

wauneas| -dpH [ed1shyg aolies  sisoudeiq  Aujenb -JfoS  dnewnen SOMIBN [BIUSN Anueg IpeAQ woly  wouy
oddng [exo] -1504 awe|g auwelg

9a sd ¥a €d ua 1d

‘Sawod31No ucw_umn_ pue mwucm_.,_wn_xw _uwuﬁ_w.,_nmrcw_um U33M13(Q SUOlIeIdOSSE JO Arewwns pue %UCOJ_VU.‘_n_ ‘€ 9d|qe L

209



210

Chronic Respiratory Disease 14(3)

was found to be significantly associated with per-
ceived stigma in lung cancer’”*"***> but not
COPD.'® The relationship between perceived stigma
and mental health was investigated in asthma only
and could not be compared to other NCRDs. In lung
cancer, non-significant associations were reported
when self-blame was measured in relation to dis-
tress>> and social support™ only.

Stigma-related experiences and quality of life. Four arti-
cles investigated stigma-related experiences with
quality of life outcomes among people with COPD'®
and lung cancer.*>**” Significant inverse relation-
ships were reported in both disease groups when mea-
sured with perceived stigma®***°” and self-blame.'®

Stigma-related experiences and behavior. Two studies
investigated the associations between stigma-related
experiences and behavior among people with lung
cancer™*” and mesothelioma.*® Diagnosis conceal-
ment was reported to be significantly associated with
internalized shame within the last month and since
diagnosis in patients with lung cancer.*’

Stigma-related experiences and physical health. Six stud-
ies investigated the associations between stigma-
related experiences and physical outcomes among
people with asthma,?’>* COPD'®°° and lung can-
cer.*!"*32 Poorer health status scores were signifi-
cantly linked to greater levels of perceived stigma in
asthma patients,”’ and feelings of greater shame, guilt
and self-blame in people with lung cancer.** No links
between perceived stigma and hospitalizations were
found in asthma and COPD patients.?”->*

Findings in relation to patient physical symp-
toms were mixed. Among people with lung cancer,
perceived stigma was found to have a positive rela-
tionship with perceived symptom severity, as well
as with all investigated symptoms including appe-
tite loss, cough, dyspnea, fatigue, haemoptysis and
pain.*' Similarly, in asthma and COPD patients com-
bined, perceived stigma was significantly associated
with dyspnea and cough symptoms (only aggregate
findings were reported).”® However, self-blame was
shown to have no association with breathlessness in
COPD patients.'®

Stigma-related experiences and treatment experience.
Four articles investigated the possible associations
between stigma-related experiences and treatment
experiences within COPD***%° and lung cancer.**#*->°
Higher levels of perceived stigma were shown to

predict longer delays between symptom onset and
medical help-seeking in lung cancer patients.
Descriptive data also suggested that perceived stigma
may be connected to poor treatment compliance in
both COPD and lung cancer patients.*-®

Stigma-related experiences and employment. Only one
article investigated the associations between stigma-
related experiences and work factors within a com-
bined sample of asthma and COPD patients.’® Higher
levels of perceived stigma were shown to be signifi-
cantly linked to absenteeism.

Determinants of stigma-related experiences. Determi-
nants of stigma-related experiences were explored
in a small proportion of articles. Smoking history
was a common factor explored in COPD and lung
cancer samples. In COPD, it was found that people
with greater duration and intensity of smoking were
more likely to endorse the maximum score of beha-
vioral self-blame.'® Similarly, in lung cancer, smok-
ing history was reported to be correlated with greater
self-blame,****°">® guilt and shame.’® Time since
diagnosis was explored in lung cancer samples,
where relationships between higher perceived
stigma and increased number of days to seek medical
advice for symptoms were reported.”*>® Younger
age was also shown to be significantly linked to
higher perceived stigma scores in COPD and lung
cancer patients.*’

Quality of evidence (methodological rigor)

A summary of scores for methodological rigor is
described in Table 4. Overall, no articles adequately
met all criteria; however, three satisfactorily met six
of the seven criteria***"*® (all lung cancer samples).
One article only met one criteria for methodological
rigor.>* The majority of articles (n = 20) included a
sample with moderate to high risk of bias. Sample
features (such as characteristics and justification of
sample size) were also lacking sufficient detail, with
a small number of articles (n = 5) adequately addres-
sing this criteria.

Asthma samples were older than the general pop-
ulation of people with asthma. However, it should be
noted that this review focused on studies conducted
with in adult samples. Approximately, one-fifth of the
lung cancer studies included samples younger than
the average patient (mean sample age less than
60 years old).*>*'*? Participants in the remaining
lung cancer and COPD studies appropriately reflect
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the age typically seen within their respective disease
groups (approximately 60 years and older).

Discussion

This review builds on previous work>® by identifying
correlates of stigma-related experiences across a
larger number of patient domains within various
NCRDs. Our findings were directed towards patient
experiences and look more in depth at the potential
stigma-related impacts overall, inclusive of day-to-
day effects (e.g. work and social interactions). Com-
mon NCRDs of different prognoses and causative
factors (such as behavioral, environmental or genetic)
were targeted to determine whether such features can
be attributable when comparing differences in patient
outcomes. Understanding the possible factors that
may contribute to or influence stigma-related experi-
ences will identify relevant areas for delivering appro-
priate care and support to patients with NCRDs to
promote improved patient outcomes.

Studies addressing stigma-related effects on patient
outcomes were predominantly in relation to psycho-
social domains. This may be because stigma is largely
viewed as a social phenomenon that centres on public
identity and group membership.'? As such, the psy-
chological effects may be seen as more pertinent by
researchers. Despite this, in accordance with health-
related stigma,'> a broader range of patient outcomes
can be impacted, which is worthy of further explora-
tion. For example, only a small proportion of studies
identified in this review investigated the relationship
between perceived stigma and shame to either an
individual’s behaviour or treatment experi-
ences'340:4347:49.36 with statistically significant rela-
tionships detected. Previous qualitative studies have
demonstrated that factors such as fear or reluctance in
discussing symptoms as a barrier to seeking medical
advice.?*? However, in the instance of NCRDs (such
as lung cancer), prompt symptom recognition and
medical help-seeking is key to potentially extending
survival.> As data are limited, it is of particular
importance to examine whether stigma-related
experiences can have detrimental implications later
in the disease trajectory, particularly in relation to
treatment decisions or adherence, and the role of nihi-
lism on treatment choices.

Studies included in this review were primarily
focused on COPD or lung cancer, indicating their
vulnerability to stigmatization compared to other
NCRD groups. Potentially contributing to this is the

known role of tobacco smoking to the onset of COPD
and lung cancer,'® with the perception that the beha-
vior is controllable and the disease therefore preven-
table. This has been reflected in a population-based
study in which 70% of participants believed that lung
cancer patients were at least partially to blame for
their diagnosis.®> Qualitative data suggests that anti-
tobacco campaigns may contribute to additional
distress in COPD and lung cancer samples.?'*® How-
ever, further research is needed®® as these data are
anecdotal and the potential influence of media cam-
paigns on stigma-related experiences is not clear. The
bulk of identified studies were published within the
last 10 years. This recent increase in stigma-related
research, particularly in relation to COPD and lung
cancer, may reflect the emergence of anti-tobacco
campaigns that have come into prominence in recent
years. For example, the United States’ ‘Truth’ cam-
paign and Australia’s ‘Make Smoking History’ cam-
paign were launched in 2000 and graphically depict
the adverse effects of smoking.

A key issue is the ambiguity when interpreting the
reported findings for this review. Across the 25 arti-
cles included in this review, 20 different scales were
used to measure an element of stigma-related experi-
ence (i.e. perceived stigma, shame, blame or guilt).
None of the measures used had specified thresholds
by which to categorize the level of stigma-related
experiences, and only two measures were specifically
for NCRDs (the Cataldo Lung Cancer Stigma
Scale and the Respiratory Illness Opinion Survey).
Studies commonly used measures validated in mental
health samples,'327444547732 o1 author-developed
scales where validity and reliability were not
assessed. > 4049925460 N ost measures comprised of
one item, with only the Cataldo Lung Cancer Stigma
Scale, the Social Impact Scale and the adapted version
of the Shame and Stigma Scale providing a more
comprehensive assessment of perceived stigma with
31, 24 and 21 items, respectively. While these find-
ings provide an indication of stigma-related experi-
ences across NCRDs, the vast differences between
measures and the lack of clarity around interpretation
of scores create challenges in objectively comparing
experiences and effects on patient outcomes across
(and within) disease groups.

The limitations of this review also need to be con-
sidered. As only quantitative English articles were
included, some relevant articles may have been
excluded. A broad set of search terms were used with
the intent of adopting an inclusive approach to
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retrieving articles. Due to the scope covering multiple
conditions, the authors considered it was appropriate
to use a generalized set of search terms to capture a
thorough pool of articles in an area that is limited.
While it was considered unlikely that relevant articles
would be missed, additional search strategies were
employed, such as conducting searches via Google
Scholar search and websites of key organizations, to
ensure that this was minimized. While only a propor-
tion of article titles, abstracts and full texts were
screened by a second coder, there was a high level
of agreement which suggests that potential errors
were minimal. The aims of the included studies were
not reported in this review. It may be that stigma-
related experiences were not the primary focus of
some of the included articles, which may account for
the selection of less thorough or robust stigma-related
measures. Finally, the authors’ categorization of the
scale scores as low, moderate and high was a specific
strategy for the purposes of this review and requires
validation.

Stigma-related research in NCRDs is increasing.
However, knowledge gaps are still evident with fur-
ther investigation towards stigma warranted. Greater
clarity about the various concepts (perceived stigma,
shame, blame and guilt) commonly grouped together
under the umbrella term ‘stigma’ is likely to be help-
ful. The authors also suggest that attention be directed
towards the following:

1. Further development of stigma-related mea-
sures: The use of different tools across
included articles contributed to the variability
of findings. It may also be that the stigma-
related scales used were not appropriate. As
most scales originated and were developed for
mental illness, they may not have the sensitiv-
ity to detect similar outcomes in patients with
other chronic health conditions, such as
NCRDs. In order to address this, future efforts
need to be directed towards establishing
stigma scales applicable to these disease
groups. Further, development of generic scales
for use in populations with chronic conditions
will enable comparisons of stigma across differ-
ent populations. The establishment of score
thresholds would enable the identification of
individuals experiencing high levels of perceived
stigma who may benefit from intervention.

2. Ensuring studies are methodologically robust:
Steps to minimize potential selection bias to

improve methodological rigor need to be con-
sidered in the design of studies. Randomizing
participants for intervention studies and adopt-
ing recruitment methods that facilitate repre-
sentative sampling (i.e. limiting self-selection
or volunteer strategies) in cross-sectional stud-
ies are strategies that can alleviate this risk.
Complete descriptions of sample characteris-
tics are needed to provide a more comprehen-
sive picture. This will assist to determine
whether the stigma impacts particular patient
groups or whether particular patient subgroups
are more vulnerable to stigmatization to target
future interventions.

3. Broadening research to examine stigma-
related experiences beyond psychosocial cor-
relates: It is timely to explore stigma-related
consequences that reflect patient outcomes
more widely, integrating the multiple factors
that are involved in their care processes (such
as treatment decision-making) and day-to-day
management (such as mobility). In conditions
such as lung cancer or mesothelioma where
early detection is particularly pertinent in pro-
viding greater treatment options, addressing
stigma may assist in reducing barriers to seek-
ing timely medical help. This in turn may
improve clinical outcomes and reduce psycho-
social distress.

4. Investigating temporal relationships of
stigma-related experiences: Most studies uti-
lized a cross-sectional design, where causality
cannot be established. It would be opportune
to identify whether stigma-related experiences
are transitory or enduring to enable recom-
mendations for future support services, as well
as the appropriate timing of services to pro-
mote optimum patient outcomes.

Clinical implications

The stigma of NCRDs is an important issue to
address, and clinicians can play a key role in effec-
tively responding to these patient experiences. As
found in this review, perceived stigma and shame
were shown to be associated with delayed medical
help-seeking, diagnosis concealment, symptom sever-
ity and poor treatment use for patients,****3%¢® which
can adversely impact patient health outcomes. Other
studies have demonstrated that clinicians who com-
municate empathetically with their patients can lead
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to higher satisfaction and improved health outcomes
(such as compliance with treatment) for patients.®*®
However, the stigma that may manifest with NCRDs
can impede opportunities in facilitating open dialogue
between the patients and their clinician to promote
best possible care.®? Further, it may be that opportu-
nities are missed by clinicians due to time constraints
or focus towards making diagnoses or recommending
appropriate treatment. It is therefore important for
clinicians to be vigilant in recognizing and responding
to these opportunities when they arise, but also to
identify potential patient stigma or related experi-
ences to understand and appropriately discuss con-
cerns sensitively to alleviate the impact. Such
practices can be instrumental in addressing the overt
as well as underlying issues that may influence
stigma-related experiences to support the patient
self-esteem, disease management and treatment®® to
assist with improving both clinical and psychosocial
outcomes for the patient.

Conclusion

The findings of this review indicate that patients with
NCRDs report low to moderate scores of stigma-
related experiences. However, more rigorous studies
are needed in order to determine this more accurately
and comprehensively. Within the large pool of litera-
ture resulting from this search, only 25 stigma-related
studies were identified in relation to NCRDs. This
literature gap is of concern, particularly given the
association between stigma-related experiences and
important patient outcomes. Building the evidence
base will be critical in developing appropriate inter-
ventions and the delivery of best care within popula-
tion groups vulnerable to stigma.
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