











the progressive development of the stigma maig;uptiveness interference of social
interactionsAesthetics the extent to which others are repuls@dgin perceived
responsibility for the stigma mark; aReril possible dangers posed by the stigmatised
person. A separate theoretical distinction, developed in a study of epilepsy by Seardbler
Hopkins [44], differentiated public acts and outcomesnaicted stigmarom the more
complex, personal shame experiencefkinstigma Other theoretical facets include aspects

of stigma and stereotypes [45], prejudice [46], embarrassment [47], and social [é@&jtrol

Measurement of stigma has proved problematic, particularly using questionnaires,
which have focussed on topics as family relations, social interaction, and selfkd48], or
retreat, self-esteem, rejection, concealment, and composure [50]. A review biakeh[B81]
emphasised thathe consequences of stigma are remarkably similar in different health
conditions, implying a generic instrument should be possible, and justifying sharing
guestionnaire items across conditions, as we did in our previous study [15], developing a
scale (see table 1), which adapted items from a scale developed for people withoRarki
disease [52]. Factor analysis showed a single underlying dimension. Path aoahdithat
neither physical symptoms nor the presence of Sl related to perceived sagoratis PCD,

whereas personality, mental health status, and social impact did predictistigiaa

Although our previous study [15] had developed a stigma questionnaire with face and
construct validity, there was no direct validation. The present study therefore had two
separate aims: to use qualitative methods to explore personal responses to R@R, wit
particular possibility of stigma; and to use a quasi-experimental designdotlylivalidating

the stigma questionnaire.

A literature search found no qualitative studies of PCD, and so we used a grounded

theory approach. Grounded theory [53], which comes in seflexadurs [54], is useful for









then it all explodes out, | that sort of thing would happen. Or | would gd the room or go away and

cough. [3B: 42F, SI, high]

so | just used to hold my breath, try and hold mgakh in class and watch the clock. Because oblyidgus
| breathed too quickly or too deeply | might staotighing so | used to sort of sit there and (lapghst
praying to god that | would reach the end of tiesd® without coughing, and then go out to the IfiB:

57F, Sl, high]
Participants particularly attempted to hide coughing and nose-blowing. As weh@sating

symptoms at school, some participants also described current attempts at hidarg outw

signs of PCD:

I do things like if were in a restaurant or somethinljdgo to the loo and cough in there except sometime
the friend will come with me andlithink oh no, so that | go later. And | do thikike that just to try and

deal with it privately as possiblg4A: 53F, SS, high]

I Il blow my nose in the toilets generally ifrl out anywherell blow my nose in the toilet so | cough in the
toilets, Il go anywhere other than be around other peogealbse | know people dotike to hear it and,
you know, so I, yeah,Me tried to disguise and hide and quiet it, andoalnalways, almost alwayq7A:

42M, SS, high]

One participant described how, when younger, she hid her cough for practical reasons:

probably from my mum to avoid going to the doctorgo avoid having physio [5A: 27F, SS, low]

However, two participants were pragmatic regarding their symptoms when aiedhad

ever attempted to hide their PCD:

no | dont think so well no, its very hard to suppress a cough anyway. And ifwogot a cough and a

wheeze yowe got a cough and a wheeze, ttermt much you can do to suppress tHat: 54F, S, low]

Bit difficult (laughs). | cart. Because if yowe got a cough, youe got to cough. If youe got to blow your
nose, yowe got to blow your nose so | carNo. | feel sorry for people hearing me sometifmesmost

people have been very good at not noticind2B: 61F, SI, high]
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Embarrassment at PCD symptoms One participant who concealed her symptoms

summed up her feelings when asked how PCD affected her at school and work:

AOh, it made me feel like a dirty old man, quite honestly. I think that says it all honestly.§ [1B: 57F, SI, high]

The reasons of some participants for concealing symptoms suggested felt stigma, with

excessive coughing seeming to be the main concern:

Al suppose it=s not veryYactually coughing up mucus isn=t a very nice thing. Its not, it=s quite a sort
ofYfrowned on in society kind of thing isn-t it so I kind of, yeah, I don-t think it=s very nice, sort of, to do it
in front of people, so, yeah, I don=t know that I-m scared about people finding out particularly but, yeah,
justYyeah, dont know, not really thought about why, you know, why. But isn-t just that it, yeah, doesn:t
seem like a very nice sort of social thing to do and that, maybe would think differently of you, or kind of,

yeah, look at you differentlyY@[SB: 32F, SS, high]

ASo as a child my nose ran constantly, I would take to school a pile of large handkerchiefs, and, you know, I
wanted to cough all the time basically, yes, but I tried to suppress it because I was very embarrassed by it.0

[1B: 57F, SI, high]

Interviewer: “And can you remember why you first started doing it [hiding the symptoms]?

“Because people used to, sort of, because as you cough people sort of give you a funny look and the
eyebrows wrinkle up and I knew that they found it unpleasant and certainly as far as dating and things like
that, it was something I had to be, L, it=s quite something for someone to get used to reallyY@[7A: 42M, SS,

high]

Behaviour change Participants concealing symptoms also described changing behaviour in

order to conceal, as when a participant missed postural drainage sessions:

AYthis is probably going to sound ridiculous but like, if we go to stay with friends for a weekend I don-t do it

[postural drainage] because if I could do it silently I would, but I can=tY@ [4A: 53F, SS, high]

Another participant talked of problems when younger and on holiday:

Interviewer: “You mentioned holidays earlier on, but why do they present a problem or a fear for you?
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Older participants experienced greater problems with uncertainty over diagnosis including
partial lung removal before a PCD diagnosis was made but agreed that medical knowledge

seemed to have improved. However, there was a sense of abandonment for one participant:

ATheress really a change of life from being a child but I think now, nowadays things are very different,
children are involved in their treatment and understand their conditions so much better, partly the
organisation=s [PCD Support Group] done a lot for that. But apart from us older ones then no I don=t think

things will change very much at all.@ [2B: 61F, SI, high]

While most participants spoke of the problems due to late diagnosis, some, despite such
problems, were still trusting of doctors, as in a participant who had had several antral

punctures to improve sinus drainage:

Alt wasn=t an enjoyable process but I think well, you know, because you accept whatever=s happening really,
don:t you (laughs).

Interviewer: “Where do you think that acceptance came from?

AFaith I suppose in the doctor. I thought well he wouldn-t be doing all this if there wasn-t a reason for it. And

mum wouldn:t have brought me here for no reason. I suppose it was that really.0 [2A: 65F, SI, low]

Mistrust of GPs Some participants described problems with general practitioners (GPs),
particularly when needing antibiotics for chest infections, with a sense of isolation due to

poor communication between GP and specialist:

AYthe doctors here weren-t used to that strength of antibiotics and they didn=t want to prescribe them so at
one point I had to write to the doctor here explain what antibiotics the Brompton were telling me and write

to Doctor [Y] at the Brompton can you write to my doctor to tell him. Which he did.@ [3A: 49F, SI, low]

AWhat they tend to do is give you Amoxicillin. If that doesn=t work they might try something else but there=s
very little knowledge of PCD, certainly within my doctor=s surgery then I, every time I see the doctor they-re
sort of a bit betwixt and between and they-ve seen, I-ve got notes like this wad of them and I feel that maybe

that is an area where it could, maybe more liaising with Brompton and the doctors so they-re a bit more
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prediction was stigma specific, since not even the five contemporaneous measuaéit of he

status in 2003 could significantly distinguish high and low stigma groups (table 3).

Limitations  Whilst the concordance of the stigma ratings in 2005 with the stigma scores
from 2003 is encouraging, there should also be some cautios.si@ma ratings were based
both on verbal content of interviews and on body language and non-PCD related information.
Further work would benefit from stigma ratings based on transcripts alone by individuals
uninvolved with interviewing. Although SW the interviewer was blind to the stigma scores

he was aware that participants were matched within pairs, giving the poteoti@npithat if

a participant was judged as stigmatised, the other then had to be judged as norsstgmati
variant design could blind the interviewer both to stigma scores and the pairings. Ebrtunat
that design can be implemented in a future study using stigma judgements based only on the

twelve transcripts.

Conclusions

Since Goffmars seminal work on stigma [41] there have been numerous attempts to
refine and further understand the various elements that underpin stigma, although a full
understanding of stigma still remains elusive [64]. Stereotyping and prejudice undpubted|
form part of the process, but embarrassment and shame are also important. PC&sigmte
for stigma research as it defies some conentional concepts associatetymith a$ little is
known about PCD in the general population, and the outwardly noticeable signs are similar to
those of bronchitis or a common cold, and yet our results suggest some people with PCD feel
stigmatised and isolated, the barrier of isolation also extending to the medfeakpn.

Problems of uncertainty over diagnosis and perceived lack of understanding by GPs are a
worry for some people with PCD, supporting the conclusion of a paper on best practice in

care which proposed clearer lines of communication between specialist and GP [4],
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Figure captions.

Figure 1 : Questionnaire-based stigma scores in relation to
age, for all participants in the 2003 questionnaire.
Participants taking part in the current study are indicated by
squares, with open squares for males and solid squares for
females, and their pair membership shown.
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Table 2. Demographic details of participants in matched pairs, along with stigma scores from the questionnaire in 2003 and ratings of stigma by the
interviewer in 2005. Within each pair the low stigma individual based on the questionnaire is shown in italics and the high stigma individual in bold. It
should be noted that individuals were randomly allocated as A or B using random number tables.

Participant {&ge at. A.ge at o Stigm.a score b.ased on St.ign.la rating of intef'viewe}' in 2005.
code Sex intervie fllagnos Situs inversus questlo.nnsiure in .2003 (h.lgher 1 !ndfcates lo.w percelYed stlgma and
w is scores indicate higher stigma) 4 indicates high perceived stigma.
1A F 54 32 Yes -.46 1
1B F 57 23 Yes 1.61 4
2A F 65 58 Yes -37 2
2B F 61 50 Yes 2.05 3
3A F 49 34 Yes -.08 1
3B F 42 22 Yes 1.91 4
4B F 53 43 No - 18 1
4A F 51 36 No 1.51 4
S5A F 27 11 No -87 1
5B F 32 10 No 1.16 3
7B M 42 35 No -73 1
7A M 65 56 No 2.05 4
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