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Measuring quality of life of Thai men with
androgenetic alopecia by Dermatology Life

Quality Index

Chuchai Tanglertsampan MD.

ABSTRACT:

TANGLERTSAMPAN C. MEASURING QUALITY OF LIFE OF THAI MEN WITH ANDROGENETIC
ALOPECIA BY DERMATOLOGY LIFE QUALITY INDEX. THAI J DERMATOL 2013; 29: 199-207.
DEPARTMENT OF DERMATOLOGY, SCHOOL OF ANTI-AGING AND REGENERATIVE MEDICINE, MAE
FAH LUANG HOSPITAL, BANGKOK, THAILAND.

Background: Although androgenetic alopecia (AGA) is the most common cause of hair loss in men, standardized
qualitative reports about impact on Quality of Life (QoL) are lacking. Dermatology Life Quality Index (DLQI) is a simple
and practical questionnaire. To our knowledge, there is no report about the impact of AGA on the QoL of Thai men.

Objective: To assess the QoL in Thai men with AGA using DLQI.

Material and Method: This study enrolled fifty Thai men with AGA. Each subject completed DLQI
questionnaire within 5 minutes.

Results: The mean (SD) of overall DLQI score was 5.08 (4.56). The highest individual mean score came from
Question 2 (embarrassment) while the lowest individual mean score came from Question 9 (sexual difficulties). In this

study, severity of AGA and patient age did not significantly influence QoL.

From : Department of Dermatology, School of Anti-aging and Regenerative Medicine, Mae Fah Luang Hospital, Bangkok, Thailand.

Correspondence to : Chuchai Tanglertsampan MD., email: drchuchait@yahoo.com, chuchai.tan@mfu.ac.th
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Conclusion: This study demonstrates that AGA in Thai men affects their QoL. The results indicated that AGA
had the greatest impact on their feelings or symptoms and the least impact on their personal relationship. Doctors should
thoughtfully address the problems when caring for patients with this condition. DLQI is a useful and practical method to
evaluate the quality of life of AGA patients.

Key word: Quality of life, dermatology life quality index, androgenetic alopecia, Thai men
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Introduction

Androgenetic alopecia (AGA) is the most common
cause of hair loss in men. The population frequency of
lifetime risk for AGA is up to 70% of men'. Early-onset
AGA can be associated with metabolic syndromeH. A
number of studies have also shown the psychological
impacts on men with AGA™. A self-evaluation of
quality of life (QoL) is important because of frequent
mismatches between doctors’ and patients’ perceptions
of the issue’. There are many dermatologic tests to
measure QoL. Dermatology Life Quality Index (DLQI),
developed by Finlay and Khan, is a simple and practical
mean for QoL evaluation in patients with skin
disorders’. Kulthanan et al. translated DLQI and
appraised the validity and reliability of Thai version'’.
To our knowledge, there is no study of QoL in Thai
patients with AGA. The purpose of this study is to
assess the impact of AGA on Thai men using DLQI.

Materials and Methods

Patients and DLQI questionnaires

The Ethics Committee of Mae Fah Luang
University approved this study. Fifty Thai male patients
aged between 20-60 years with AGA type II to VII
(Norwood-Hamilton) were recruited from Mae Fah
Luang University Hospital and private clinics. We
adapted Thai version of DLQI for hair loss (Tablel) o
Patients completed the DLQI questionnaire by
themselves within 5 minutes.

DLQI is a self-administered questionnaire with 10
questions concerning patients’ perception of the impact
of skin diseases over the last 7 days 1t covers
symptoms and feelings of daily activities, leisure, work
or school, personal relationship and treatment. Each
item is scored on a four-point scale: 0, not at all/not
relevant; 1, a little; 2, a lot; 3, very much. The DLQI
total score (possible range 0-30) is calculated by adding
individual item score (possible range 0-3). The higher

score indicates the greater impairment of quality of life.

Table 1 Content and DLQI score of the questionnaire (Adapted from referencesg’w’l})

Questions Items Mean (SD) Range

Ql. How itchy, sore, painful or stinging has your scalp been? Symptoms 0.62 (0.81) 0-3

Q2. How embarrassed or self-conscious have you been because Embarrassment 1.18 (0.98) 0-3
of your hair loss?

Q3. How much has your hair loss interfered with you going Shopping/Daily 0.56 (0.86) 0-3
shopping or looking after your home or garden? activities

Q4. How much has your hair loss influenced the clothes you

want?

Choices of clothes 0.46 (0.79) 0-3
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Questions Items Mean (SD) Range

Qs. How much has your hair loss affected any social or leisure Social/Leisure 0.74 (0.88) 0-3
activities? activities

Q6. How much has your hair loss made it difficult for you to do Sport 0.40 (0.67) 0-3
any sport?

Q7. How much has your hair loss been a problem at work or Work/Study 0.22 (0.55) 0-2
studying?

Q8. How much has your hair loss created problems with your Relationships 0.22 (0.55) 0-2
partner or any of your close friends or relatives?

Qo. How much has your hair loss caused any sexual difficulties? Sexual difficulties 0.16 (0.42) 0-2

Q10. How much of a problem has the treatment for your hair loss Treatment 0.52 (0.61) 0-2
been?

Mean overall DLQI scores 5.08 (4.56)

Table 2 Baseline characteristics of subjects

Variable Data
Age (years) 36.64 +8.08
- <35 years 24 (48%)
- = 35 years 26 (52%)
Occupation
- Office worker 21 (42%)
- Business owner 13 (26%)
- Self-employed 12 (24%)
- Officer 4 (8%)
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Variable Data
Classification of AGA
Mild 5 (10%)

- Grade I -

- Grade 11 5 (10%)
Moderate 41 (82%)

- Grade Ila -

- Grade 11 5 (10%)

- Grade Illa -

- Grade IIIv 32 (64%)

- Grade IV 4 (8%)
Severe 4 (8%)

- Grade IVa 2 (4%)

- Grade V 1 (2%)

- Grade Va 1 (2%)

- Grade VI -

- Grade VII -

Table 3 The mean overall DLQI scores in each age group and severity

Variables Mean overall DLQI score (SD) p-value
Age
- <35 years 5.25(3.72) 0.803
- = 35 years 4.92 (5.28)
Severity
- Mild 2.00 (1.87) 0.277
- Moderate 5.37 (4.74)
- Severe 6.00 (4.08)




204 Tanglertsampan C Thai J Dermatol, October-December 2013

Table 4 The proportion of those whose responses indicated negative influence (a lot or very much) and those who

answered “not relevant” on the questionnaire.

Items A lot or Very much Not relevant
Ql. Symptoms 6 (12%) 0
Q2. Embarrassment 17 (34%) 0
Q3. Shopping/Daily activities 6 (12%) 2 (4%)
Q4. Choices of clothes 5(10%) 2 (4%)
Q5. Social/Leisure activities 8 (16%) 0
Q6. Sport 3 (6%) 1 (2%)
Q7. Work/Study 3 (6%) 0
Qs. Relationships 3 (6%) 5 (10%)
Q9. Sexual difficulties 1 (2%) 7 (14%)
Q10.  Treatment 3 (6%) 1 (2%)

Table 5 Comparison of the mean overall DLQI score between the present study and the selected studies™ ™"’

Study (reference) N Mean overall DLQI score (SD) p-value (Present study VS. the

selected study)

AGA in Thai men - Present study 50 5.08 (4.65)

Normal control’ 100 0.5 (1.1) <0.001*
AGA in Japanese men before treatment'” 27 5.74 (6.14) 0.5977

Alopecia (Not specified diseases)13 70 8.3(5.6) 0.0012*
Acne vulgaris in Thais '* 110 8.95 (6.3) <0.001*
Acute urticaria in Thais 100 11.05 (7.3) <0.001*
Psoriasis 26,439 10.53 (8.86) <0.001*
Atopic dermatitis '’ 6,898 11.20 (8.47) <0.001*

*Statistically significant

Statistical Analysis severity were defined using Norwood-Hamilton
Subjects were classified into two groups based on classification as: mild (type II), moderate (type Ila, III,
their ages: less than 35 years and equal or more than 35 IIIv, Illa or IV), and extensive (type [Va, V, Va, VI, or

years of ages. The categories of AGA patients based on VII). All statistical tests were performed using SPSS
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software. The comparison of the mean overall DLQI
between two groups (less than 35 years and equal or
more than 35 years of ages) was performed using
Student t-test. One-way ANOVA was used to compare
the mean overall DLQI scores among three severity
categories. All statistical tests were two-sides and the
results were considered statistically significant if p-
value was below 0.05.
Results
Baseline characteristics

Subject characteristics were summarized in Table 2.
Fifty male patients with AGA completed the
questionnaire. The mean age was 36.61+8.08 (range 26-
60): 48% of subjects were less than 35 years old and
52% of subjects were equal to or more than 35 years
old. The majority of subjects were office worker (21/50,
42%). Most of them (32/50, 64%) were grade 3V by
Norwood-Hamilton classification. In term of the
severity of AGA, 10% were mild; 82% were moderate
and 8% were severe.
DLQI scores

Mean and range of DLQI individual question score
were shown in Table 1. The mean overall DLQI score
was 5.0844.56. The highest mean score was Question 2
(Q2) embarrassment (mean 1.18+0.98, range 0-3). The
lowest mean score was Q9 sexual difficulties (mean
0.16+0.42, range 0-2). The mean overall DLQI scores
in each age group were shown in Table 3: 5.25+3.72 in
less than 35 years and 4.92+5.28 in aged of 35 or older

group. It was not significantly different (p =0.803).

The number of subjects who replied “a lot or very
much” and “not relevant” was shown in Table 4. The
top first questions for “a lot or very much” was Q2
embarrassment (17/50, 34%). The second one was Q5
social/leisure  activities  (8/50, 16%). Question
concerning sexual difficulties (Q9) was the least item
that subjects (1/50, 2%) reported “a lot or very much”.
It was also the item that most subjects (7/50, 14%)
reported “not relevant”.

Table 3 showed the mean overall DLQI score based on
severity. The mean overall DLQI score was 2.00+1.87
in mild group, 5.37+4.74 in moderate group, and
6.00+4.08 in extensive group. Although the mean
scores were higher in more severe group, it was not
statistically different (p = 0.277).

Discussion

The present study demonstrated that AGA in Thai
men could affect QoL. Table 5 compared the mean
overall DLQI scores between the present study and
selected studies ™. Tn our study, patients with AGA
scored overall DLQI significantly higher than normal
controls did in another study9 (p <0.001). However, the
mean overall DLQI score in our patients was
significantly lower than those of atopic dermatitis'
(p<0.001), psoriasis = (p<0.001), alopecia” (p=0.0012),
Thai acne vulgaris patients14 (p<0.001), and Thai
urticaria pa‘[ients15 (p<0.001). In 2010, Yamazaki et al
showed that oral finasteride improved the QoL of
Japanese men with AGA 2. The baseline DLQI score

before treatment was 5.74+4.56 which was not



206 Tanglertsampan C

Thai J Dermatol, October-December 2013

significantly different from our study. Williamson et al
studied the effect of hair loss (not specified diseases) on
QoL using DLQI in patients recruited from alopecia
support groups " The mean score was 8.3+5.6, which
was significantly higher than ours.

Compared to the study by Finlay and Khan ? from
UK, our DLQI score (5.08) was higher than control
(0.5), mole(1), seborreheic keratosis(1.8), basal cell
carcinoma(2), solar keratosis(3.4), and acne(4.3).

10,14,15
from

Compared to study by Kulthanan et al.
Thailand, our DLQI score was higher than control(0.7),
mole(0.5), seborreheic keratosis(1.3), and viral
wart(1.3). But it was less than acne (10.6 and 8.95), and
urticaria(14.1and11.05). However, these studies did not
include AGA or alopecia.

The result showed that Q2 embarrassment (1.18)
had the highest mean individual DLQI score. This
means subjects realized that AGA had the most impact
on their embarrassment. This result was consistent with
the previous reports, which stated that AGA in men had

5,13,16,17

an influence on psychological well-being The
male AGA patients would experience a decline in
satisfaction of their appearance and self-esteem. In
Thailand, there are many “Hair Centers” targeting AGA
patients. Most of them are operated without physician’s
supervision. Prices at these hair centers are usually
more expensive than hair clinics or hospitals (including
doctor fee and medications). This phenomenon could

reflect the fact that AGA patients may feel embarrassed

to see physicians. The reasons for not seeking medical

attention could include avoidance of physician contact
by men or fear of being perceived as vain . Patients
should be informed about the natural history of AGA
and available treatment options. Physicians should also
understand the psychological impact to AGA patients
and take it seriously.

From the result, Q9 sexual difficulties had the
lowest mean individual DLQI score (Mean 0.16, SD
0.42). This indicated that subjects perceived that AGA
had the least impact on their sexual difficulties. This
question was also the item that subjects ranked as the
most irrelevant with AGA. However, one must be
mindful that explicit expression of opinions regarding
sexuality is still a taboo in Thailand. Thus, this result
must be carefully interpreted in light of this cultural
context.

Girman et al. showed that the earlier or greater hair
loss in men caused more impact of QoLm. In our study,
younger group had more impact on QoL than in older
group, but it was not statistically significant (Table3, p
=0.803). Furthermore, although the greater extensive
hair loss caused more impairment, the effect was not
significantly different (Table 3, p = 0.277). The
different method of study may explain this variation.
This study was hospital or clinic-based investigation,
while the Girman’s study was a community survey.
Their subjects were sampled from men in a community
who were not actively seeking medical treatments. On
the other hand, the subjects in this study consisted of

men who were adequately concerned with their hair loss
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to seek treatments. The differences in questionnaire and
standardized scale could also affect the results.
Conclusion

This study showed that AGA in Thai men affected
the QoL especially on embarrassment, social, and
leisure activities. It was shown that treatment of AGA
could improve QoL of patients 2 At present, there are
many effective treatment options for AGA e
Physicians should thoughtfully address QoL issues
when treating male patients with AGA. DLQI
questionnaire can easily be used to a clinical setting. To
gain greater insights into this important dimension of
medical practice, we recommend further study with a
greater number of patients.
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The efficacy of soap pod shampoo for

seborrheic dermatitis

Junjira Sawasdipong MD,
Aporn Bureethan BSc,

Vesarat Wessagowit MD PhD.

ABSTRACT:

SAWASDIPONG J, BUREETHAN A, WESSAGOWIT V. THE EFFICACY OF SOAP POD SHAMPOO
FOR SEBORRHEIC DERMATITIS. THAI J DERMATOL 2013; 29: 208-221.
INSTITUTE OF DERMATOLOGY - MINISTRY OF PUBLIC HEALTH, BANGKOK, THAILAND.

Background: Seborrheic dermatitis of the scalp is a common disorder that affects not only the psyche but also
the behavior of patients. The natural history is chronic and intermittent. Treatments are mainly topical drugs or shampoos.
Acacia concinna (soap pod) has been used as an ingredient in shampoos for a long time. Soap pods contain saponin, a
substance which has surfactant, antimicrobial, and antifungal properties. The efficacy of soap pod shampoo in clinical
practice has never been studied before.

Objective: To evaluate the efficacy and safety of soap pod shampoo in treating seborrheic dermatitis of the
scalp compared with placebo.

Material and method: Soap pod shampoo was compared with placebo in patients with seborrheic dermatitis of
the scalp in a controlled, double-blind, cross-over study with two treatment periods in randomized sequence, each of four-
week duration and a washout period of two weeks between shampoos. Clinical outcomes were evaluated by desquamation
index, clinical 4-point-scale score criteria and the side effects reported by patients. Data analyses were performed using
Friedman two-way analysis of variance and Wilcoxon signed rank test for clinical 4-point-scale score criteria.

Comparisons among desquamation index were done using 2-way repeated measures analysis of variance.
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Results: 74 patients were included in the analyses. At week 2 and week 4 soap pod shampoo significantly
reduced erythema and extension of the lesions. Dandruffs were not significantly reduced, as shown by both the 4-point-
scale dandruff scores and desquamation index. There were no serious adverse events reported during the study period.

Conclusion: Soap pod shampoo is safe and could be an alternative option in treatment of seborrheic dermatitis.

Key word: Seborrheic dermatitis, soap pod shampoo, efficacy
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Type III Sum of
Source of variation Squares df  Mean Square F Sig.
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Error(time) 290.851 146 1.992
Tests of Between-Subjects Effects
Shampoo 344 1 344 .092 762

Error 546.706 146 3.745
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Descriptive statistics

dandruff

erythema Lesion sum score

Shampoo Wk N Mean Std. Mean Std. Mean Std. Mean Std.
Deviation Deviation Deviation Deviation
duilen wkO 74  1.1351 41626 2.0676 34447  2.5135 66710  5.7162 95831
wk2 74 .8243 58187  1.9459 36609  2.1622 79428 4.9324 1.22005
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Chi-Square 42.217 21.467 53.345 64.910
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Asymp. Sig. .000 .001 .000 .000
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Clinical efficacy, side effects and patient
satisfaction of weekly subcutaneous methotrexate
in the treatment of psoriasis in Udonthani

Hospital

Supanida Kwangsukstid MD.

ABSTRACT :

KWANGSUKSTID S. CLINICAL EFFICACY, SIDE EFFECTS AND PATIENT SATISFACTION OF WEEKLY
SUBCUTANEOUS METHOTREXATE IN THE TREATMENT OF PSORIASIS IN UDONTHANI HOSPITAL.
THAI J DERMATOL 2013; 29: 222-231.

DEPARTMENT OF MEDICINE, UDONTHANI HOSPITAL, UDONTHANI, THAILAND.

Oral methotrexate in the treatment of psoriasis may cause gastrointestinal side effects or inadequate response in
some patients. There are many studies in rheumatoid arthritis and juvenile rheumatoid arthritis that subcutaneous
methotrexate administration could be more effective and less gastrointestinal side effects than oral administration. But in
psoriasis, there is no study before.

This is a prospective study in 13 psoriasis patients that had had gastrointestinal side effects or inadequate
response after weekly oral methotrexate treatment. The treatment was changed from oral form to subcutaneous injection
at the same dose. The clinical efficacy was assessed in 1-4 months. The results showed that 3 patients (23%) had
achieved PASI-25, 4 patients (31%) had achieved PASI-50 and 3 patients (23%) had achieved PASI-75. The
gastrointestinal side effects assessment showed that 11 patients (85%) had no symptom and 2 patients (15%) had mild
nausea. On satisfaction scale of 1-5, the average rating was 3.84, indicated that patients were rather very satisfied with the
treatment of subcutaneous methotrexate.

From this study it may be concluded that subcutaneous methotrexate could be more effective and less
gastrointestinal side effects than oral methotrexate in the treatment of psoriasis.

Key words: psoriasis, subcutaneous methotrexate, efficacy
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Vesicular prurigo pigmentosa with

mucosal involvement

Nattaporn Ariyatanasuporn MD,
Nucha Niumpradit MD,

Artit Nakakes MD.

ABSTRACT:

ARIYATANASUPORN N, NIUMPRADIT N, NAKAKES A. VESICULAR PRURIGO PIGMENTOSA WITH
MUCOSAL INVOLVEMENT. THAI J DERMATOL 2013; 29: 232-235.
DIVISION OF DERMATOLOGY, PHRAMONGKUTKLAO HOSPITAL, BANGKOK, THAILAND.

Prurigo pigmentosa (PP) is a rare inflammatory skin disease of distinct entity, characterized by sudden onset,
symmetrical, pruritic erythematous papules, usually distributed over the trunk and nape of neck. The resolutions usually
leave reticulated hyperpigmentation. PP were mostly reported from Japan, with only few non-Japanese cases. We report a
case of Thai male with vesicular PP, a very rare pattern of PP. Our patient also had oral involvement, which has never
been reported in PP.

Keyword: vesicular, bullous, prurigo pigmentosa, mucosal involvement, reticulate hyperpigmentation
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Introduction

Prurigo pigmentosa (PP) is a rare inflammatory skin
disease, characterized by sudden onset, symmetrical,
pruritic erythematous papules, distributed over the trunk
and nape of neck, healed with reticulated
hyperpigmentation.1 Vesicular or bullous lesions are
very rare. We report a case of vesicular PP who also had

oral involvement, which has never been reported.

Figure 1 (a) Clinical presentation with vesicular lesions
(b) Lesions healed with reticulate hyperpigmentation

predominantly on the upper chest.

Case report

A 21 year-old healthy man presented with very
itchy erythematous papules with small vesicles in the
center and at the periphery, distributed symmetrically
on mid upper chest (Figure 1a), upper back, chin, neck
and concha areas of both ears for one month. A few
small ulcers on erythematous base were found on the
buccal mucosa with superficial erosions on the lower lip
(Figure 2). Tzanck’s smear of the vesicles and oral
ulcers showed no acantholytic cells. Skin biopsy from
the vesicles revealed subepidermal separation with
numerous necrotic keratinocytes and dense band-like
lymphocytic infiltration (Figure 3). Biopsy from oral
ulcer was non-specific. Direct immunofluorescent
examination was negative. Laboratory investigation
including fasting plasma glucose, HbAlc, autoantibody
profiles (ANA, anti-ds DNA) and viral profiles (EBV,
CMV and HSV) were unremarkable. Treatment with
topical  corticosteroid and  antihistamine = were
ineffective. New vesicles appeared while the older
lesions showed necrotic crusts and healed with
reticulated brownish hyperpigmentation (Figure 1b).
Vesicular prurigo pigmentosa was diagnosed and
doxycycline 100 mg twice daily was prescribed. After a

few days, all lesions and oral ulcers were resolved.
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However, relapse occurred after one month prompting

the restart of doxycycline.

Figure 2 Few superficial ulcers on erythematous base

on the oral mucosa

Figure 3 Histopathology of the vesicular lesion
revealed subepidermal separation with numerous
necrotic keratinocytes and dense band-like lymphocytic

infiltrations (haematoxylin and eosin stain, x40)

Discussion:

Only a few cases of vesicular form of PP have been
reported, mostly from Japan.z_6 The pathogenesis of PP
is unknown. The exogenous triggering factors are
sunlight, sweating, friction, contact allergens while the
endogenous factors include ketosis, fasting, dieting,
diabetes mellitus, and pregnancy.7-9 Diabetes mellitus
and ketonuria were particularly associated with bullous
PP.’

Histopathology of PP is rather non-specific. Boer et
al. proposed that superficial perivascular and interstitial
neutrophil infiltrations with epidermal spongiosis,
ballooning and necrotic keratinocytes were found in
early lesions. In fully developed lesions, eosinophils
and lymphocytes subsequently predominated in the
dermis. The late lesion showed hyperplastic epidermis
with parakeratosis and hyperpigmentation along with
melanophages in the upper dermis. Direct
immunofluorescence was constantly nega‘cive.%9 In the
vesicular form, intraepidermal or subepidermal
separation with necrotic keratinocytes was observed.
Dense, band-like lymphohistiocytic infiltration should
also be seen along the dermo-epidermal junction.5

In our case, early lesions consisted of very itchy
erythematous papules with vesicles. Our differential
diagnoses included dermatitis herpetiformis, pemphigus
herpetiformis and linear IgA bullous dermatosis. All of
these diseases were ruled out by clinical and
histopathological findings. Erythema multiforme (EM)

was also included in the histopathological differential
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diagnosis but there was no target lesion. Our
histological sections were compatible with the severe
form of PP. Laboratory investigations showed no other
associated diseases. Interestingly, oral mucosal
involvement has never been mentioned in any previous
reports.

Generally, minocycline is the treatment of choice
for PP with dramatic response.10 Other systemic agents
include dapsone, sulfamethoxazole, potassium iodide,
and doxycycline.11 Topical and systemic corticosteroids
render modest benefit. Regarding the bullous form of
PP, minocycline was effective.” One report showed a
good response of vesicular PP to isotretinoin but the
patient experienced clinical flare after discontinuation
of the drug.4
Conclusions

We reported the first case of vesicular PP in

Thailand with a good response to doxycycline. This

case also had unusual oral involvement which has never
been reported.
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Familial diffuse comedones: A Case Report

Salinee Rojhirunsakool MD,
Thanya Techapichetvanich MD,

Chanitwan Wichayachakorn MD.

ABSTRACT:

ROJHIRUNSAKOOL S, TECHAPICHETVANICH T, WICHAYACHAKORN C. FAMILIAL DIFFUSE
COMEDONES: A CASE REPORT. THAI J DERMATOL 2013; 29: 236-241.

DIVISION OF DERMATOLOGY, DEPARTMENT OF MEDICINE, FACULTY OF MEDICINE RAMATHIBODI
HOSPITAL, MAHIDOL UNIVERSITY, BANGKOK, THAILAND.

Familial diffuse comedones is a rare autosomal dominant inherited dermatosis that usually appears in
adolescents and characterized by multiple widespread comedone-like lesions. The distinct histology shows follicle filled
with keratin plugs with no dyskeratotic and acantholytic change. The disease has good prognosis with no associated
systemic involvement. No effective treatment is established. We report two unrelated families of Familial diffuse
comedones from our institute.

Key word: Familial diffuse comedones, comedone-like, opened comedones
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Case report

Case 1

A 17 year-old Thai female from Bangkok presented
with recurrent multiple cysts at face, posterior neck,
chest, shoulders and upper back. Initially, she was
diagnosed as recurrent epidermal cysts and received
multiple courses of antibiotics and surgical drainage
from surgical department outpatient unit. Subsequently,
she was transferred to our dermatological department
because one of the surgeons obtained her family history
of identical lesions. Additional history taking revealed
that she had multiple asymptomatic blackish comedone-
like papules since twelve; some papules become
progressively enlarged, inflamed and painful, leaving
discrete pock-like scars especially on her face and back.
She was otherwise normal. She denied exposure to
acnegenic substances, herbs, or medications. Many
members of her family had similar lesions to the patient
as shown in family pedigree. (Figure 1) The onset of
lesions in all involved members was around the age of

twelve as in our patient.

@

L““H—g

Figure 1 Family pedigree of case 1

Physical examination:

The skin examination revealed widespread,
symmetrically scattered, comedone-like papules at face,
trunk, arms and legs with discrete inflamed nodules and
comedones over the back. Multiple pock-like scars were
seen over the face and the back. (Figure 2)

Neurological,

musculoskeletal, and eye

examinations were normal.

Figure 2 Comedone-like papules on upper back and

both forearms
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Figure 3 Follicular dilatation and delling of
parafollicular epidermis lined by thin atrophic
epithelium, with branching, pigmented, elongated and

interconnecting strands. (H&E, x100)

Investigation:

Histopathology of the lesion from the comedone-
like lesion showed follicular dilatation and delling of
parafollicular epidermis lined by thin atrophic
epithelium, with branching, pigmented, elongated and
interconnecting strands. There was an infiltration of
lymphocytes, melanophages, and fibrous in the
underlying dermis. (Figure 3)

Case 2

A 16 year-old Thai female from Patumtanee came
to our clinic with two-year history of multiple widely
spread comedone-like papules. Her lesions initially
appeared at her face and subsequently spread to upper
chest, upper back both upper arms and also both legs.
Apart from these skin lesions, multiple pock-like scars
were seen over the face and the back. The lesions
started as pinpoint dark papules, which gradually

increased in number and extent of involvement as the

patient grew older. When fully formed, the lesions can
be measured around 0.5 to 1 cm in size, which
sometimes formed into painful swelling inflamed
nodules over the face and back. The patient had not
received any treatment and was in good health and
otherwise normal. Further family history revealed that
her father and older sister had similar lesions.

Physical examination:

There were multiple dilated follicular openings
filled with blackish plugs diffusely involving the face,
chest, upper back and upper arms. Some lesions
developed inflamed erythematous nodules with central
ostia. Discrete pock-like scars are seen. (Figure 4)

No abnormality of eye, musculoskeletal, and
neurological system was detected by physical

examination.

Figure 4 Multiple comedone-like lesions, inflamed

nodules, and pock-like scar on right upper back
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Investigation:

Skin biopsy was obtained from comedone-like
lesion. There was a keratinous follicular plugging, and
cystic dilatation of follicular epithelium lined by thin
epithelium with branching and elongated rete ridges.
The underlying dermis had few lymphocytic infiltration
and fibrosis.

Discussion

Familial diffuse comedones is a very rare inherited
dermatosis, characterized by widespread comedone-like
lesions that can involve the trunk, arms, legs and face,
sparing the palms and soles, in symmetrical distribution.
The comedone-like lesions usually appear around
puberty and progressively increase with age. The
pattern of inheritance of this disease is suggested to be
an autosomal dominant disease.’ However, there are
only few case reports of familial diffuse comedones."
To the best of our knowledge, only two families have
been reported in the English language medical
literature.

In 1967, Rodin et al described a 42-year-old woman
who had widely distributed multiple comedones since
adolescence; her mother and grandmother were also
affected.” In 1978, Cantu’ et al reported a large family
in which 16 members had multiple relapsing
comedomes distributed on face, neck, anterior and
posterior thorax, abdomen and extremities.” The onset
was as early as 10 years of age, the activity of disease
increased during adolescence. The pedigree analysis

showed a definite autosomal dominant pattern of

inheritance since both male and female members of four
consecutive generations were affected, including two
instances of male-to-male transmission.  The
histopathology in previous reports disclosed follicles
filled with keratin plugs. The keratin was lamellar
without parakeratosis and the follicular ostium was
dilated. No dyskeratotic change was observed.

We believe that there are three reasons why very
few cases of familial diffuse comedones have been
reported. Firstly, there are often confused with familial
dyskeratotic comedones.”* In familial dyskeratotic
comedones, the comedone-like lesions are less
extensive and demonstrate acantholytic-dyskeratotic
changes in the wall of follicular-like structure on
histopathology. Second reason is that the disease can be
sporadic. We found many reports of non-inherit case
which had clinically similar to familial diffuse
comedones under difference names such as “extensive
nevus comedonicus”s’é, “idiopathic  disseminated
comedones™ . Finally, since comedone is also a
manifestation of acne vulgaris, a very common skin
disease, it is often misdiagnosed as acne.

The differential diagnosis of widespread comedones
is summarized in table 1. The two main differential
diagnoses of familial diffuse comedones are familial
dyskeratotic comedones and nevus comedonicus. In
familial dyskeratotic comedones, clinical manifestation
is similar to familial diffiuse comedones, but differs in
histological finding which shows follicle-like

invagination with acantholytic and dyskeratotic changes
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in the walls of a follicle-like structure.” Nevus

comedonicus is another disease with multiple

Table 1 Differential diagnosis of widespread comedones

comedones, characterized by a group of comedones in

linear or blaschko’s line, and usually unilateral.”

Disease Inheritance Distribution Morphology Histology Systemic
/Arrangement association
Familial Autosomal Generalized Diffuse open Dilated follicle filled None
diffuse dominant face, trunk, upper, and comedone-like with keratin, no
comedones lower extremities lesions dyskeratosis
Nevus Sporadic Usually unilateral in linear Group of closely set Same as familial Skeletal anomalies
comedonicus or blaschko’s line of face comedone-like comedones (scoliosis,
trunk, and proximal lesions hemivertebrae),
extremities seizure, cataracts
Familial Autosomal Generalized, mainly Diffuse papules with Invagination of None
dyskeratotic dominant trunk, upper, and lower central keratotic plugs epidermis filled with
comedones extremities keratin, acanthosis
and dyskeratosis in
wall of follicle-like
structure
Solar Acquired Sun-exposed area, mainly Comedones on Large thin wall open None
comedones face background of solar and closed
(Favre- elastosis comedones with
Racouchot marked solar elastosis
disease)
Chloracne Acquired Face, postauricular, back, Open comedones, Non-inflammatory CNS(headache,
axillae milia, cysts follicular dilatation irritability),
and plugging peripheral
neuropathy,
hepatotoxicity,

persistent bronchitis
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In summary, we reported two patients diagnosed as
familial diffuse comedones, a very uncommon inherited
dermatosis. Our case reports emphasize on the
autosomal dominant mode of inheritance in these rare
genodermatosis. Overall prognosis is favorable as the
patients remain in good health, except disfiguring scars
that may cause social problems especially in the
adolescent female. The treatment of familial comedones
has not yet been established due to the scant of reported
cases. In our patients, oral isotretinoin 10 mg once daily
were given, unfortunately, data regarding the long-term

follow-up are lacking.
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Synchronous primary extramammary
Paget’s disease and rectal cancer: A case

report
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ABSTRACT:

DEERASAMEE S, CHAWVAVANICH P. SYNCHRONOUS PRIMARY EXTRAMAMMARY PAGET’S
DISEASE AND RECTAL CANCER. THAI J DERMATOL 2013; 29: 242-248.
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Extramammary Paget’s disease is one of a rare malignant dermatologic condition that may arise from epidermal
apocrine gland or visceral malignancies. Although it normally presents with non-specific clinical manifestations, early
recognition could decrease associated morbidity and mortality as well as disease progression. We report a case of 79 year-
old man, presenting with a pruritic erythematous plaque on perianal area for two years. New lesion subsequently occurred
on his right groin for six months. The histopathology showed characteristic Paget’s cells. Primary invasive
extramammary Paget’s disease was diagnosed based on the immunohistochemical studies. He also had concurrent rectal
cancer and liver metastasis.

Key word: Extramammary Paget’s disease, rectal cancer
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Case report differential diagnosis was extramammary Paget’s

A 79 year-old Thai man from Ratchaburi province, disease with cutaneous metastatic carcinoma.
presented with pruritic erythematous plaque on the
buttock for 2 years. The lesion gradually enlarged and
sometimes bled. He was treated with various topical
treatments at the local hospital but the skin lesion did
not improved. Subsequently, a new lesion occurred on
his right groin, and rapidly expanded in 6 months. He
had a history of changes in bowel habit, but had no
family history of colorectal carcinoma. The underlying
disease was hypertension. The skin biopsy from right
groin was obtained at Ratchaburi hospital, and he was
then referred to the Institute of Dermatology.

Physical = examinations revealed a  well-
circumscribed moist erythematous polycyclic plaque on

the perianal area, extending to the buttocks. Multiple

confluent erythematous to brownish papules, nodules X . L
Figure 1 Physical examination revealed (A) a well-

with crusts on ill-defined erythematous plaque at the . . . .
circumscribed moist erythematous polycyclic plaque on

right groin were also noted (figure 1). Left inguinal ) )
the perianal area, extending to the buttocks and

lymph nodes, average of 2 cm in size, were palpated. . .
(B) multiple confluent erythematous to brownish

Neither liver nor spleen was palpable. The clinical . .
papules, nodules with crusts on ill-defined erythematous

plaque at the right groin.
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Figure 2 Incisional biopsy of the lesion on the buttock
(A) showed a proliferation of atypical Paget’s cells in
the epidermis (H&E x10); the lesion on right groin

(B) revealed Paget’s cells within the epidermis and a
proliferation of multiple nests and cords of atypical

large round cells in the whole dermis (H&E x20)

multiple nests and cords of atypical large round
cells in the whole dermis. Microscopic diagnosis was
Paget’s disease with dermal invasion and the
differential diagnosis was cutaneous epidermotropic
metastasis. The immunohistochemical staining of
Paget’s cells from the lesion on both the buttock and the
right groin were positive for CK7 and gross cystic
disease fluid protein-15 (GCDFP-15) but negative
staining for CK20, CDX2 (figure 3). The results

favored the diagnosis of Paget’s cells spreading from

cutaneous origin. Chest and the whole abdominal
computed tomography scan reported rectal cancer
3.7x2.8 cm’ with multiple liver and aortocaval lymph
nodes metastases. The patient was referred to the
National Cancer Institute of Thailand, but he denied
treatment with chemotherapy and radiotherapy. He was

then treated with herbal medicine and has passed away

in 6 months after the diagnosis.

Figure 3: (A, B) CK7 staining, (C, D) GCDFP-15
staining. Immunohistochemical staining of the lesions
on the buttock (A) and the right groin (B) were positive
for CK7. The lesions on the buttock (C) and the right

groin (D) stain positively for GCDFP-15.

The histopathological result of the lesion on the
buttock (figure 2A) revealed proliferation of atypical
Paget’s cells. They were large rounded cells with clear
pale vacuolated cytoplasm, mostly were in confluent
nests within the epidermis with some extension along

the hair follicle. Inflammatory cells infiltrations were
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found in the superficial dermis. Microscopic diagnosis
was Paget’s disease. The histopathological examination
of skin biopsy from the right groin (figure 2B) showed
Paget’s cells within the epidermis and proliferation of
Discussion

Extramammary Paget’s disease (EMPD) is a rare
malignant dermatologic neoplasm. Annual incidence
rate of EMPD is 0.6 per 100,000 personl. It is
commonly found in elderly people and is more common
in women. The median age of onset is 74 years (range
36-96 years)l.

There is still a controversy in the pathogenesis of
EMPD. It can originate from dermal apocrine/eccrine
glands and epidermal stem cells (primary EMPD), or
spread downward from colorectal, genitourinary, tubo-
ovarian cancers (secondary EMPD), or combination of
the two pathway“. Besides there is another theory that
a common carcinogenic environment stimulates a
multicentric reaction in adjacent structures (apocrine,
epidermis and glandular structures of the rectum and the
urethra) causing simultaneous cancer. Paget’s cells
represent an adenocarcinoma in situ and can metastasize
if untreated °. EMPD mostly arises as the primary
neoplasm, less commonly (15-30%) from the
underlying malignancyﬁ. Other synchronous or
metachronous primary malignancies (second primary
tumors) occurred in 8.6% of patients with invasive
EMPD'.

The clinical manifestation of EMPD is a solitary

well-demarcated  erythematous, scaly  plaque,

occasionally crusted, ulcerated, fissured with regional
1ymphadenopathy6. It is slowly progressive and
unresponsive to topical antifungal or corticosteroid
therapy7. The most common symptom is pruritus,
followed by burning, irritation, pain, tenderness,
swelling and bleeding. But it maybe asymptomaticx.
The median time to the diagnoses was delayed to 2
yearss.

The most common site of secondary EMPD is the
vulva in female and the perianal region, scrotum as well
as penis in male’. Infrequently, the axillae, buttocks,
thighs, eyelids and external auditory meatus may be
involved’. Associated malignancy of secondary EMPD
of perianal area is adenocarcinoma of the
gastrointestinal tract; while groin, penile, or scrotal
lesions may be associated with genitourinary
malignancy7. Liver, bone, lung, and suprarenal glands
are sites of metastases .

Perianal Paget's disease is an uncommon
intraepithelial adenocarcinoma beneath the dentate line
and within 6 cm around anal areag, Recent study
revealed that up to 42% of perianal Paget’s disease was
related with underlying malignancies such as vulva,
bladder, renal, liver and colorectal cancer . Any
perianal dermatitis that is unresponsive to conventional
medication within 1 month may require biopsy for
histopathological examination. EMPD should be
evalutated for underlying malignancy by complete

physical examinations and proper investigations such as
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pelvic  ultrasound, sigmoidoscopy, colonoscopy,
cystoscopy, mammogram and chest X-rayg.

Histopathologic features show Paget’s cells within
the epidermis. They are large cells with large nuclei,
obvious nucleoli and ample pale cytoplasmg. Paget’s
cells could be found as a single cell or in clusters .
They are mostly located in the lower part of epidermis,
but could also be found in the upper part of epidermis,
pilosebaceous units, as well as in the sweat glands and
ducts. This lead to the confusion about the origin of the
malignancy, whether from the epidermis or apocrine
glands“. The  epidermis  shows  acanthosis,
papillomatosis, parakeratosis and enlargement of the
interpapillary ridgeslz. A dense inflammatory cells
infiltration is related to malignancy”. In more than 90%
of EMPD, Paget’s cells were composed of mucin which
stains positively for Alcian blue at pH 2.5, mucicarmine
and periodic acid-Schiff with diastase resistance' . Poor
prognoses of primary EMPD are dermal invasion,
which presents in 20% of case, and lymphovascular
invasion'.

Immunohistochemical staining is needed to
differentiate EMPD from other diseases that have
pagetoid spreading and to classify the origin of the
tumor' . Extramammary and mammary Paget’s disease
have similar immunophenotypes
CEA(+)/CAMS.2(+)/CK7(+)/EMA(H)".  Superficial
spreading melanoma/lentigo maligna stains positive for
HMB-45, while Paget’s cells stain negative. Pagetoid

Bowen’s disease has absent staining for CEA and CK7.

Mycosis fungoides stains positive with CD3 and
UCHL-1, which are markers for T cell". Primary
EMPD mostly has positive staining for GCDFP-15, but
the expression of GCDFP-15 does not exclude dermal
apocrine tumor'. EMPDs that originated from
colorectal or urothelial carcinomas frequently have
positive staining for CK20 but negative staining for
GCDFP-15".

CK7 is expressed in sebaceous glands, apocrine
glands, eccrine glands, epithelium of breast, lung, and
genitourinary tract”". CK20 is a marker for Merkel cells
and also expressed in colorectal adenocarcinomas,
BRST-2 is a monoclonal antibody that detects GCDFP-
15, which is expressed in apocrine and minor salivary
glands”. CDX2 is a transcription factor that modulates
small and large intestinal epithelial developmentn.

Perrotto J, et al. demonstrated that CK7, CK20 and
BRST-2 could not discriminate primary from secondary
EMPD because CK7 was positive in all 61 cases while
CK20 and BRST-2 were positive in large subsets of
both groupsB. They also found that CDX2 and HER-
2/neu may be useful markers in distinguishing primary
EMPD from EMPD secondary to anorectal
adenocarcinoma [CDX2 were positive in 5 of 6 cases
(83%) and HER-2/neu were negative in all 6 cases
(100%) of EMPD secondary to  anorectal
adenocarcinoma]”’. But these two markers failed to
distinguish primary EMPD from EMPD secondary to

other types of cancer .
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In  our case, the histopathology and
immunohistochemical staining results of the cutaneous
lesions [CK7(+), GCDFP-15(+), CK20( -), CDX2(-)]
supported the diagnoses of invasive primary EMPDs.
But the patient also had concurrent rectal cancer with
liver metastasis. The rectal cancer might be a
synchronous primary malignancy or the metastasis of
his invasive primay EMPD. Unfortunately, he refused
the treatment so we did not have the
immunohistochemical staining result from his rectal

cancer that might help in determining the nature of the

tumor.

Shutze WP and Gleysteen JJ proposed a staging
system and recommended therapies for perianal Paget’s
disease as shown in Table 1. Treatment is based on
disease staging, and the prognosis is worse in
accordance with advance stages3. EMPD relapsed
frequently, thus long term follow-up, physical
examination, proctosigmoidoscopy, and random biopsy
specimens once a year are needed’. Colonoscopic

examination should be done every 2 to 3 years3.

Table 1 Staging system and recommended therapies for perianal Paget’s disease adapted from Shutze WP and Gleysteen

J JIO, 14
Stage Clinical/histological description Recommended therapies
I Pagetoid cells in the perianal epidermal Wide local excision with a margin of 1-3 cm,
epidermis with no adnexal involvement Moh’s micrographic surgery
ITA Cutaneous Paget’s disease with associated Same as stage |
adnexal carcinoma
IIB Cutaneous Paget’s disease with Abdominoperineal resection
associated anorectal carcinoma
I Paget’s disease with regional lymph nodes Inguinal lymph node dissection and
metastases of associated carcinoma abdominoperineal resection/ wide local excision
v Paget’s disease with distant metastases of Chemotherapy,
associated carcinoma Radiotherapy,

Local palliative management
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Leishmaniasis is not a common disease in Thailand. There are many species of Leishmania , which cause several
forms of leishmaniasis. The diagnosis is based on the identification of the parasite by direct visualization in various
clinical specimens, by cultures, and by molecular technique. The treatment option is based upon the clinical form as well
as the causative species. We report a case of 61-year-old Thai male with localized cutaneous leishmaniasis caused by
Leishmania major, which he contracted while working in Saudi Arabia. He was successfully treated with oral fluconazole
combined with cryotherapy.
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Case report

A 61-year-old Thai man with alcoholic cirrhosis
was admitted for the treatment of upper gastrointestinal
hemorrhage. A dermatological consultation on a solitary
plaque on his left cheek was made. The lesion was first
noticed 7 months earlier as a small papule, which
gradually enlarged. He recalled being bitten by an insect
on his left cheek a few weeks before the lesion
appeared, while he was working as a labor in Saudi
Arabia. A local physician attempted an aspiration from
the lesion, and did not give him any other topical or
systemic treatment. After his return to Bangkok, he was
treated by an internist with fusidic acid cream, which
was of no avail. He denied any other skin lesions,
weight loss, or prolonged fever. He has a past history of
alcoholic cirrhosis and esophageal varices, but was
otherwise healthy. Physical examination revealed a

solitary, well-defined, slightly elevated, erythematous

plaque with verrucous surface, scales, and crusts on the
left cheek. (Figure 1) No fever, lymphadenopathy, or
hepatosplenomegaly was noted. Complete blood count
showed anemia, which was due to the gastrointestinal
bleeding, but normal leukocyte and platelet counts. The
liver enzymes were within normal limits. Anti-HIV was
negative. Approximately 0.1 ml of normal saline
solution was injected into the border of the lesion, then
aspirated back and sent for Giemsa stain. Punch biopsy
was performed on the border of the lesion and sent for
histopathology, cultures, and PCR for species
identification of Leishmania.

Giemsa stain of the aspirated fluid showed
numerous parasites in amastigote form within white
blood cells. (Figure 2) Histopathology revealed a dense
diffuse inflammatory cell infiltrate of epithelioid
histiocytes, surrounded by lymphocytes and plasma

cells in the entire dermis. The cytoplasm of histiocytes
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were filled with blue-gray, round-to-oval (Donovan)
bodies which were stained positive with Giemsa (Figure
3) but negative with PAS and GMS stains. Tissue
cultures for aerobes, fungi, and mycobacteria were
negative. Tissue PCR was positive for Leishmania
major. Thus, the diagnosis of cutaneous leishmaniasis

was made.

Figure 1 Before treatment.

Figure 2 Giemsa stain of lesional aspirate.

Figure 3 Giemsa stain of skin biopsy.

Figure 4 After treatment with 4 sessions of cryotherapy

and 18 weeks of oral fluconazole.

The treatment with oral fluconazole 200 mg daily
and cryotherapy with liquid nitrogen sprayed from a
nozzle held 2 cm away from the lesion and a freeze-
thaw-freeze time of 15-20-15 seconds fortnightly for 6
weeks were originally planned. However, at the end of
the initial 6 weeks there was some induration remaining
in the lesion. Therefore, an additional course of oral
fluconazole was continued until the induration
completely disappeared, which took 18 weeks in total.
(Figure 4) At the 3-month post-treatment visit, there

were no signs of recurrence.
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- Leishmania braziliensis complex
Leishmania mexicana complex

Leishmania major

I [ eishmania tropica

[ Leishmania aethiopica

. . . . . . .. . . . 11
Figure 5 Geographic distribution of cutaneous leishmaniasis according to causative organism.

Discussion

Leishmaniasis is a group of diseases caused by
several species of the protozoa in the genus Leishmania.
There are several forms of leishmaniasis, the major ones
of which are cutaneous leishmaniasis, diffuse cutaneous
leishmaniasis, mucocutaneous leishmaniasis, and
visceral leishmaniasis. The species of Leishmania may
be classified on the basis of their geographic
distribution into 2 main groups: [1] old world
Leishmania spp such as L. major, L. tropica, L.
aethiopica, L. donovani which cause the disease in
Africa, Asia, and Europe, and [2] new world
Leishmania spp including L. braziliensis complex and

L. mexicana complex which are the causative agents in

Central and South America.' (Figure 5) The skin lesions
of cutaneous leishmaniasis typically begins as a papule
which occurs after the sandfly bite, enlarges to a nodule,
and ulcerates over 1-3 months. Flat, verrucous, or
hyperkeratotic lesions can also develop in old world
cutaneous leishmaniasis.”

Although L. siamensis was recently identified as a
species causing several cases of autochthonous visceral
leishmaniasis in both HIV-infected and normal hosts in
Thailand,” in the overall leishmaniasis is a very rare
disease in this country. Autochthonous cutaneous
leishmaniasis has also been reported in a 3-year-old
healthy Thai girl, but the species of the causative

Leishmania could not be identified.’
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Table 1 Laboratory methods for diagnosing cutaneous leishmaniasis.

Method

Time required

Advantages

Disadvantages

Giemsa stain of
®  Skin scraping
® [ esional aspirate

® Biopsy smear

Minutes to hours °

Inexpensive

®  FEasy to perform

® [ess sensitive

® Not able to identify species

Histopathology Days
Culture and PCR Days Able to identify species Requiring specialized facility and
personnel
Table 2 Treatment regimens for cutaneous leishmaniasis.”
Causative organism Treatment regimen Cure rate at 3 months
Old world L. major Observation alone 60-70%
Pentavalent antimony: IL 1 ml per lesion every other day X 8— 2 75%
15 injections or every 1-2 wk X 3-8 injections
Pentavalent antimony: IM/IV 20 mg/kg/day X 10 days N/A
Fluconazole: oral 200 mg once-daily X 6 weeks 90%
Paromomycin: topical bid X 2 weeks N/A
L. tropica Pentavalent antimony: IL (as above) weekly X 8-11 (average) 2 90%
Pentavalent antimony: IM/IV 20 mg/kg/day X 10 days Not well documented
New world L. mexicana Observation alone >75%
Pentavalent antimony: IM/IV 20 mg/kg/day X 10 days 90%
L. panamensis ~ Pentavalent antimony: IM/IV 20 mg/kg/day X 20 days 80-90%
Miltefosine: oral 2.5 mg/kg/day X 28 days 80-90%
Pentamidine: IM 2 mg/kg every other day X 7 injections 60-95%
L. braziliensis ~ Pentavalent antimony: IM/IV 20 mg/kg/day X 20 days 80-90%
Pentamidine: IM 2 mg/kg every other day X 7 injections <50%
Other species Pentavalent antimony: IM/IV 20 mg/kg/day X 20 days 80-90%
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Despite the development of the PCR-based
molecular techniques, parasitological diagnosis remains
the gold standard in diagnosing cutaneous
leishmaniasis.” This can be made through microscopic
demonstration of the parasites in amastigote form in
Giemsa stain of biopsy smears, skin scrapings,
aspirates, or histopathological specimens, and through
cultures. Wright stain may also be used for skin
scrapings when Giemsa stain is not available.’
Identification of the species can be done by PCR or
cultures, which are particularly useful in research or
clinical settings in non-endemic countries.’ (Table 1)

Our patient presented with a chronic, scaly, and
verrucous plaque on the face which led to the initial
differential diagnosis of chronic infection (e.g.,
tuberculosis verrucosa cutis, chromoblastomycosis),
non-infectious inflammation (e.g., hypertrophic discoid
lupus erythematosus), and neoplasia (e.g., squamous
cell carcinoma), which are common diseases in
dermatological practice in Thailand. However, his
history of having worked and having been bitten by an
insect in Saudi Arabia inevitably put cutaneous
leishmaniasis in the differential diagnosis. The
diagnosis of cutaneous leishmaniasis was made by
visualizing amastigotes in lesional aspirate and biopsy
specimen. The causative agent was identified as L.
major by PCR.

Most lesions of old world cutaneous leishmaniasis
can spontaneously resolve within 2-4 months (L. major)

or 6-15 months (L. tropica), and therefore may require

no treatment.” However, treatment is likely to be given
for persistent (longer than 6 months), multiple, or large
lesions, and for lesions located on joints or on the face.”
Parenteral antimony was reported to be successful in
treating both old world and new world cutaneous
leishmaniasis. However, this drug was not available in
our hospital. The choice of treatment can be made
according to the causative species.z’9 Treatment with
oral fluconazole 200 mg daily for 6 weeks was reported
to yield high cure rates. Our patient was decided to
receive treatment because he had a persistent, large
lesion on the face. He could not visit our clinic every
week and therefore could not receive the weekly
cryotherapy regimen which was previously reported to
produce a high cure rate.’ As a result, the frequency of
cryotherapy was reduced to every 2 weeks and oral
fluconazole was used in combination with cryotherapy.
At the end of the first 6 weeks of treatment, most part of
the lesion became depigmented as a result of
cryotherapy, but there was still some induration.
Consequently, cryotherapy was stopped, and oral
fluconazole therapy was continued until the lesion
became completely flat. The total treatment duration
was 18 weeks. On his follow-up visit at 3 months post-
treatment, there were no signs of recurrence.

In conclusion, we report a case of imported
cutaneous leishmaniasis caused by L. major. He was
successfully treated with an extended course of oral
fluconazole, and 4 sessions of cryotherapy which had

depigmentation as a complication.
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ABSTRACT :

CHITVANICH S, RERKNIMITR P. ORAL CROHN’S DISEASE: A CASE REPORT WITH REVIEW OF THE
LITERATURE. THAI J DERMATOL 2013; 29: 256-259.
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Oral manifestation can be the first and an exclusive presenting symptom of Crohn’s disease, a chronic
inflammatory granulomatous disease which is uncommon in Thailand. Many types of lesions were described but the most
frequent oral finding is nonspecific recurrent aphthous ulcer. We herein report a case of 30-year-old Thai female with oral
Crohn’s disease who presented with intractable recurrent painful oral ulcers for many years preceding non-specific
gastrointestinal tract symptoms.

Key words: Crohn’s disease, Oral manifestations, Oral ulcers
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Introduction

Crohn’s disease (CD) is characterized by chronic,
transmural granulomatous inflammation that may
involve any segment of the gastrointestinal tract from
the mouth to anus. Oral manifestations are divided into
2 groups. The first one is non-specific lesions which are
more common and the second one being specific lesions
which demonstrate macroscopic and microscopic
changes similar to that of the gastrointestinal tract.

Case report

A 30-year-old woman presented with painful
recurrent oral ulcers for 3 years with no other
mucocutaneous lesions. Her lesions were mostly self-
limited, otherwise healed promptly after a short course
of oral prednisolone. Her medical history was
unremarkable except for occasionally having watery
diarrhea which spontaneously resolved. No history of
passing mucous bloody stool, fever or weight loss. Oral
examination revealed a large ulcer with irregular
border, surrounded by erythematous halo. Its base was
covered with yellowish pseudomembrane and also a
whitish scar was observed on the hard palate (Figure 1
a-b). No genital ulcer was detected.

Laboratory examinations including complete blood
count, urinary analysis and screening antinuclear
antibodies (ANA) were within normal limits.
Histopathological examination from oral ulcer showed
fibrous stroma that was infiltrated by numerous
lymphocytes, eosinophils, plasma cells and epithelioid

histiocytes with necrotic tissue. The additional staining

with GMS and AFB were negative (Figure 2 a-b). No
immune deposition was detected in the skin specimen

using direct immunofluorescence technique.

Figure 1a

Figure 1b

Figure 2a
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Figure 2b

The patient was sent for
esophagogastroduodenoscopy and colonoscopy which
revealed 2 large clean-based ulcers at ileocecal valve
size 0.8 and 1.0 cm respectively. The histopathology
showed chronic active colitis with ulcer. After ruling
out infectious causes, the diagnosis of Crohn’s disease
(CD) was made. The patient was treated with oral
prednisolone 40 mg/day and azathioprine 50 mg/day
with complete response.

Discussion:

The prevalence of oral lesions in patients with CD
vary from 0.5-80 %. They may be the presenting
symptom and sign in 5-60% of patients.l_é All age
groups can be affected but they are more common in
children.’ Sometimes, it is the sole manifestation.” A-
16-year-review study of Thai patients with
inflammatory bowel disease reveals only a single CD
case with oral ulcer, out of a total of 10 patients with

7

CD.

Many oral lesions described in inflammatory bowel
diseases including CD and ulcerative colitis (UC) are
non-specific, such as aphthous ulcer, angular cheilitis,
facial edema, gingivitis or gingival erythema. While
macrocheilia with or without fissuring, cobblestoning of
oral mucosa, deep linear ulcers of buccal vestibules,
polypoid mucosal tags and pyostomatitis vegetans are
regarded as specific and pathognomonic.z’3 Oral lesions
of CD was first described by Dudeney in 1969.° The
specific oral ulcers of CD are characterized by deep,
linear ulcers with hyperplastic folds that locate in oral
vestibules or gingival sulei" On the other hand,
Pyostomatitis vegetans is more common in UC' and
characterized by multiple friable pustules, erosions and
ulcerations on erythematous background with
vegetations on the gingiva or buccal mucosa.

Histopathologic findings in oral CD show high
incidence of non-caseating granuloma (75-100%),
despite their various presenta‘cions.s’g’10 Special stains
are used to rule out other causes of granulomatous
inflammation such as deep fungal infections,
tuberculosis, and foreign body reactions.”"

Our patient presents with chronic painful irregular
large oral ulcers. Differential diagnosis should include
chronic ulcerative stomatitis, eosinophilic ulcer, major
aphthous ulcer, infectious causes, systemic causes (i.e.
inflammatory bowel disease) and squamous cell
carcinoma. A biopsy taken from the lesion reveals non-
caseating granuloma without evidence of organism on

special stains. In addition, she has a history of having
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intermittent watery diarthea in a few years.
Colonoscopy demonstrates colon ulcers at ileocecal
valve. Tuberculosis is excluded by histopathology. The
diagnosis of CD is then entertained.

Even though some studies suggest that the upper
gastrointestinal tract involvements are more common in
patients with oral CD,4’11 The prospective study do not
show a definite association between patients with oral
CD and type of gastrointestinal disease.” In addition,
oral lesions can persist or resolve regardless of the
disease activity.12

Some of the lesions may spontaneously resolve, as
seen in the patient. For mild-to-moderate symptomatic
cases, topical beclomethasone mouth washes and 5-
aminosalicylic ointments or sprays are also effective.
For deep painful ulcers, slow-release intralesional
corticosteroids are suggested. In refractory case, topical
tacrolimus and  systemic  corticosteroids  are
recommended for short term usage. Choices for long
term treatments are biologic therapies including
infliximab, thalidomide with or without methotrexate
and clofazimine."” We treats our patient with systemic
steroids and azathioprine and her ulcers rapidly regress.

In conclusion, we encounter a young Thai patient

with oral Crohn’s disease in which diarrhea is a clue to

diagnosis. Crohn’s disease is not common in Thailand
and oral involvement may be the only presentation.
Thus, a high index of suspicion for the condition in
patients with intractable oral lesions is very important.
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Mid-dermal elastolysis (MDE) is a rare dermatologic disease affecting extracellular matrix fibers, particularly
elastic fibers. It is characterized by asymptomatic, symmetrically distributed fine wrinkles with perifollicular papular
protrusions. The diagnosis is confirmed by histologic elastic stains showing focal loss of elastic fibers strictly in the mid-
dermal layer which helps differentiating the entity from other elastic fiber disorders.

We are hereby reporting a patient with atypically cutaneous and histological presentations of MDE. An 84 year
old female presented with a history of localized wrinkles and skin-colored papules on both inframammary areas. The
lesions are follicular origins and asymptomatic. The routine H&E stains revealed minimal changes but the elastic stains
showed absent of elastic fibers in the upper and mid dermis sparing perifollicular areas. She lives in Bangkok, Thailand
and there is no other family member experiencing the same presentation. The lesions share clinical and histologic features
of both upper dermal elastolysis and mid dermal elastolysis which never been reported in previous literatures.

Key words: Upper-mid dermal elastolysis, Elastic fiber disorder
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Introduction

Mid-dermal elastolysis (MDE) is a rare
dermatologic disease affecting extracellular matrix
fibers, particularly elastic fibers. It is characterized by
asymptomatic, symmetrically distributed fine wrinkles
with perifollicular papular protrusionsl. The disease
shows no familial clustering and, due to scarcity of the
patients, most are case reports. While many hypotheses
of pathogenesis have been postulated, such as aberrant
of lysyl oxidase enzyme activity, anti-elastin antibody
production and copper metabolism abnormalities,
nevertheless, none of them is clinically proved in MDE
patientsz. The diagnosis is based primarily on
histological section with elastic stain showing focal loss
of the elastic fiber confined to mid-dermis which could
help to differentiate the disease from other elastic fiber
defects.

Case report

An 84 years old female presented with a history of
multiple symmetrical skin-colored papules on both
inframammary areas for several months. She denied any
preceding symptoms as erythema or pain. The lesions
never progressed to other sites of the body. Her
underlying diseases are hypertension and diabetes. No
other of her family members experienced the same
manifestations.

Cutaneous examination revealed multiple yellowish
to skin-colored follicular papules symmetrically
arranged on both inframammary areas (Figure 1). The
skin surrounding the lesions shows wrinkles and
superficial epidermal atrophy without depression, out-
pouching sac and skin redundancy.

Skin biopsy obtained from the papular lesion was
stained with H&E and van Gieson elastic stain. In H&E
section, the dermis was thickening. The papillary

dermis displayed mild fibrosis with increasing collagen
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fibers which are not sclerotic. There were insignificant
perivascular  inflammatory infiltration and no
elastocytophagocytosis was detected. No abnormal
material deposition was detected. The epidermis shows
effacement of rete ridges. Additional elastic stain
revealed markedly focally decreased elastic fibers in the
upper and mid dermis while the perifollicular elastic
fibers were preserved. (Figure 3&4).

The diagnosis was based on clinical manifestation

and histopathological findings.

Figure 1

Figure 2

Figure 1, 2 demonstrate multiple symmetrical skin-
colored follicular papules on both inframammary areas
of the patient. Some areas showed wrinkles and

superficial epidermal atrophy of the surrounding skin.

Figure 3, 4 show van Gieson elastic stain of the sample
obtained from the papular lesions. There were markedly
focally decreased elastic fibers in the upper and mid
dermis comparing with the deeper dermis. The

perifollicular elastic fibers were spared.

Discussion

Mid-dermal elastolysis (MDE), firstly described in
1977 by Shelly and Wood®, is diagnosed mainly on
histopathological basis, which reveals specific loss of

elastic fibers in mid-dermis with no involvement of
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more superficial papillary dermis and deeper reticular
dermis including perifollicular elastic fibers’. Due to
rarity of the disease, there are only few cases reported
up to date.

MDE is far more common among

Caucasians with female predilection and median age of

Table 1 Differential diagnoses of elastic fiber disorders

onset is 34 years (ranging from 6 to 70 yealrs).l While

the precise pathogenesis remains unclear, many
hypotheses have been postulated, for instances, aberrant
of lysyl oxidase enzyme activity, anti-elastin antibody

production5 and copper metabolism abnormalities.

Disorder MDE Anetoderma Annular elastolysis Cutis laxa Pseudoxanthoma
giant cell granuloma elasticum-like papillary
dermal elastolysis
Clinical Fine wrinkles arranged Pouch-like herniations of Atrophic wrinkles in Coarse wrinkles with Multiple non-follicular
presentations parallel to skin cleavage floppy skin the center of loose redundant skin papules with yellowish

lines and/or protruding
perifollicular papules (may
occur with peau d’orange

appearance)

Rare presentations :

persistent reticular erythema

Locations :

trunk and proximal limbs

Preceding inflammation

may occur.

Locations :
trunk and proximal

extremeties

erythematous bordering

annular plaques

Locations :
sun-exposed areas as

the face

Complications of
systemic elastolysis

usually occur.

Locations :

face

hue, cobblestone

appearance

Clinical presentations
resemble pseudoxanthoma

elasticum.

Locations :

flexor forearms and axillae

Histologic findings

Band-like loss of elastic

fibers in mid-dermal layer

Variable degree of

inflammatory cell infiltration

Giant cells with
elastophagocytosis may be

observed.

Loss of elastic fibers in
both papillary and

reticular dermis

Variable degree of
inflammatory cell

infiltration

Giant cells with
elastophagocytosis may

be observed.

Decreased or total loss
of elastic fibers in the

center of lesions

Granulomatous
infiltration of the
dermis with histiocytes,
lymphocytes, and ginat

cells

Granular degeneration
and fragmentation of
elastic fibers throughout

the dermis

Neutrophilic and
lymphocytic infiltration
with elastophagocytosis

may be observed

Band-like loss of elastic

fiber in papillary dermis

Previous reported cases displayed various clinical
presentations. Ones of the most recognized clinical
features were asymptomatic, symmetrical fine wrinkles

with or without skin-colored perifollicular papular

plrotrusions6 affecting trunk and upper extremities,
particularly in photodistributed areas. Other additional
reported presentations are urticaria with erythematous

papules and plaques and persistent reticular erythema7.
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Our patient presented with classic symmetrically
arranged wrinkles and skin-colored follicular papules on
both inframammary areas which were frequently
reported in antecedent cases of MDE.

The typical histopathologic examination of MDE
lesion with hematoxylin and eosin stain shows edema in
mid-dermal layer and normal findings of upper
papillary and deep reticular dermis, whereas elastic
stains (such as Orcein stain, van Gieson stain) show
band-like or focal loss of elastic fiber in mid-dermis.
Comparing to our case, the H&E stain revealed edema
in upper and mid-dermis which was confirmed by
elastic van Gieson stain, displaying band-like absence
of elastic stain all over upper and mid-dermis. In the
perifolliculare subtype (MDE type II), elastic fibers are
preserved in both papillary dermis and perifollicular
areas. For this type of MDE, perifollicular papules are
the most prominent clinical manifestation.

Anetoderma is an important differential diagnosis
for MDE as both share clinical and histopathologic
similarities of elastic fiber loss. However, due to focal
loss of the fibers in both papillary and upper reticular
dermis, important clinical features of anetoderma are
depressions and sac-like protrusions occasionally
accompanied with depigmented area.

Our patient presented with focal bilateral
inframammary wrinkles with a few follicular papules
without skin depression or out-pouching sac which were
commonly seen in MDE. Contrasting to the clinical

impression, the elastic stain showed markedly decreased

to absent of elastic fibers in upper and mid dermis
which was typical picture of anetoderma, however; the
perifollicular fibers were still spared as in perifollicular
subtype of MDE. In this case, clinic-pathological
correlation shared features of both diseases.

There was an antecedent report of an 86-year-old
white female presenting with yellowish papules and
wrinkles of perilesional skin similar to those of our
patient. The elastic stain showed absence of elastic fiber
focally specifically in upper papillary dermis’. The lack
of elastic fiber in upper dermis is not a histological
feature of typical reported MDE, and the case was
labeled as “Upper-dermal” elastolysis. Since the elastic
stain of our patient revealed loss of elastic fibers in both
upper and mid-dermis with perifollicular spare, these
manifestations might be either on the spectrum between
perifollicular type of MDE and anetoderma or a
separated entity. This “upper-to-mid” dermal elastolysis
condition has never been reported in earlier literatures.

Table 1 shows possible differential diagnoses which
are group of disorders sharing defects of the elastic fiber
including anetoderma, cutis laxa, annular elastolytic
giant cell granuloma, and pseudoxanthoma elasticum-
like papillary dermal elastolysis. The clinical and
histological clues should be pulled together for guiding
to the precise diagnosis.
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Multiple familial trichoepitheliomas: a case

report in Thailand and literature review
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ABSTRACT :

SAWATWARAKUL S, THADANIPON K, SVETVILAS P. MULTIPLE FAMILIAL
TRICHOEPITHELIOMAS: A CASE REPORT IN THAILAND AND LITERATURE REVIEW. THAI J
DERMATOL 2013; 29: 266-271.
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HOSPITAL, MAHIDOL UNIVERSITY, BANGKOK, THAILAND.

Trichoepithelioma is a rare benign tumor of the pilosebaceous follicles. Presenting as multiple small papules and
nodules which usually appear predominantly on face and scalp. Many distinctive patterns were described. Here we report
a case of multiple familial trichoepitheliomas (MFT) occurring in one family of a 29-year-old Thai male patient
presenting with multiple discrete asymptomatic skin-colored shiny papules on central face for 14 years. We also include

literature review of MFT cases established to date.

Key words: Multiple familial trichoepitheliomas, trichoepitheliomas, MFT
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Introduction

Trichoepithelioma is a rare benign tumor originating
from hair follicles. The characteristic feature is multiple
skin-colored shiny papules predominantly on central
area of face and scalp. Histopathology shows unique
findings of aggregration of basaloid cells with
palisading nuclei within fibrous stroma, with follicular
differentiation and multiple horn cysts. Clinically, three
distinctive patterns were reported including solitary,
multiple, and desmoplastic varients.

In our case, we report a case of MFT in a 29-year-
old Thai male patient presenting with multiple skin-

colored shiny papules on face. To our knowledge, MFT

is a rare disease. We also review the reported MFT Figure 1 Multiple skin-colored shiny papules

cases in the literature, in terms of clinical features, new predominating on central face
gene mutation, phenotypic manifestations, treatment

and outcome.
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Figure 2 Pedigree of patient
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Figure 3 Well-circumscribed tumor -consisting of
multiple cribiform aggregates of basophilic cells within
fibrous stroma. The tumor aggregates show palisading

nuclei, some of which tend to form follicular structure.

Case report

A 29-year-old Thai male sought for the treatment of
multiple skin-colored shiny papules on face for 14
years. The patient developed multiple asymptomatic
skin-colored shiny papules on central area of his face.
They gradually increased in size and number without
ulceration. (Figure 1). He had no underlying disease and
denied history of seizure. He is the third among five
brothers. The oldest brother and the fourth brother also
have similar lesions on their faces. (Figure 2)

Physical examination showed multiple skin-colored

shiny papules located mainly on central area of face.
Each lesion was 2-4 millimeters in diameter. Some
lesions coalesced to form plaques.

Histological examination showed well-
circumscribed tumor consisting of multiple cribiform
aggregates of basophilic cells within a fibrous stroma.
The tumor aggregates showed palisading nuclei, some
of which tended to form follicular structure. (Figure 3)

On the basis of family members affected, physical
examination and histopathological findings, the
diagnosis of multiple familial trichoepitheliomas was
made. However, we could not identify any associated
conditions and malignant transformation. He was
treated with CO2 laser, several sessions of which was
planned for cosmetic improvement.

Discussion

Trichoepithelioma is a rare benign tumor which
develops from hair follicles. The lesion occurs
predominantly in childhood and adolescence. Most
lesions occur on face and scalp.

Three distinctive patterns of trichoepithelioma were
reported, including solitary, multiple and desmoplastic
forms.

Solitary trichoepithelioma occurs mainly as small
(5-8 millimeters) dome-shaped skin-colored papules on
face especially on nose, upper lip, and cheeks.

Multiple familial trichoepitheliomas (MFT) is an
autosomal dominant disorder characterized by groups of
many small benign skin-colored papules predominantly

on central face such as nasolabial folds, nose, forehead,
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upper lip, and occasionally on scalp, neck and upper
trunk . They usually develop during childhood.

While desmpoplastic form usually presents as a
solitary, firm, skin-colored to white-gray, sclerotic
annular plaque with central depression on cheek and
angle of lip. It is rare to have multiple lesions.
Desmoplastic trichoepithelioma can be differentiated
from MFT by number and characteristic of lesions,
family history of similar lesions, and histopathology
that shows narrow strands of basaloid tumor cells,
desmoplastic stroma, keratinous cysts, granuloma and
calcification”.

In MFT, the first locus was mapped on chromosome
9p213. However recent studies show that mutations of
the cylindromatosis tumor suppressor gene (CYLD) on
chromosome 16q12-q13 have been identified as cause
of MFT. These chromosome are also responsible for
familial cylindromatosis and Brooke-Spiegler syndrome
(BsS)."

Recent studies are focusing on identifying the
mechanism and location of chromosome. To date, there
are 87 distinct germline mutations. Among these
mutations, 53% are  frameshift, 35%  are
nonsense/missense, 10% are splice site, 1% small indel,
and 1% are gross deletion.” They also found that CYLD
gene mutations mostly occur on exons 9-20." °
Mutations in exon which encodes protein on C-terminal
region of ubiquitin-specific protease (USP) domain is
responsible for alteration of deubiquitation actiVity.5

Mutation of CYLD gene encodes mutant CYLD

protein that loses its functional domain. Therefore,
deubiquitinating activity of CYLD gene are considered
as cause of tumor genesisl. Since CYLD gene has tumor
suppressor properties and influences on cell survival
and cell proliferation, this gene has been shown to
negatively regulate tumor necrosis factor alpha (TNF-
Ol)-induced activation of nuclear factor kappa B (NF-
KB) and eventually resulting in tumor genesisl. CYLD
gene also regulates P38 signaling by inhibiting singals
from Toll-like receptor 2 via deubiquitinating TRAF6 &
TRAF7.° CYLD gene also regulates the JNK kinases
which is the stress activating MAP kinase family.7
Moreover, CYLD gene also prevents nuclear
accumulation of Bcl-38, and targets on protein kinase
PIk1 which regulates mitotic activity. Therefore these
emphasize that CYLD gene not only has tumor
suppressor properties but also influences the activity of
tumors by enhancing mitotic activityg.

Mutation in CYLD gene has also been linked to
Brooke-Spiegler syndrome (BSS) and familial
cylindromatosis (FC).

Although many studies described distinct entities,
however sharing same gene mutation, CYLD gene, and
the presence of clinical overlap suggest that MFT is
considered to be a phenotypic variant of BSS and FC.
These diseases represent phenotypic variation of CYLD
gene.4

Histopathology of trichoepithelioma shows islands
of basaloid cells with peripheral palisading in fibrous

stroma with follicular differentiation and multiple horn
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cysts, arranged in lace-like pattern.5

In terms of associated diseases, MFT was reported
to be associated with Rombo’s syndrome, SLE,
myasthenia  gravis, and  Bazex-Dupré-Christol
syndromelo. However in our patient, we did not find any
associated conditions.

For malignant transformation, although MFT shows
characteristics  of  benign  tumor,  malignant
transformation to basal cell carcinoma and trichoblastic
carcinoma can rarely occur. " Lee et al, reported a
case that developed a tumor in trichoepithelioma
lesions. Histopathology shows transformation zone
between trichoepithelioma and a malignant tumor. The
occurrence of malignant transformation are debated as
de novo in patient predisposed to have follicular tumor
or malignant degeneration of previously existing
neoplasm.11

MFT can be very disfiguring and lead to
psychological distress. Treatment depends on the
number and extent of lesions. Solitary or few lesions
can be excised but surgical excision may be difficult for
numerous lesions. Laser surgery (CO2 laser and Erbium
YAG laser)ls-”, cryotherapy, electrosurgery,
electrodesiccation, radiation and dermabrasion’® have
been reported. Recently, treatment with topical
imiquimod alone” and combined with topical tretinoin
were reportedzo.

In summary, we described a classic case of MFT
presenting in a young adult with autosomal dominant

inheritance. We cannot identify any associated

conditions or malignant transformation. He was treated
with CO2 laser removal, of which several sessions was
planned for cosmetic improvement.
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