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Cosmetic camouflage: a useful alternative

therapy for vitiligo patients.

Chulaphan Rachawong MD,

Natta Rajatanavin MD.

ABSTRACT:

RACHAWONG C, RAJATANAVIN N. COSMETIC CAMOUFLAGE: A USEFUL ALTERNATIVE
THERAPY FOR VITILIGO PATIENTS. THAI J DERMATOL 2015; 31: 105-112.

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

Vitiligo, the most common de-pigmenting disorder in Thai dermatology outpatient clinic, affects 0.3-0.5% of the
worldwide population, causing severe psychological suffering from low self-esteem and poor body image. Treatment of
vitiligo is challenging. Various new treatment options aim to inhibit further progression of the disease and induce re-
pigmentation. At present, there is no treatment which can induce complete re-pigmentation of vitiligo in resistant area
such as hands and feet.

Cosmetic camouflages provide a rapid and dramatic result to individuals with a wide range of skin conditions. It
is indispensable for patients with variety of abnormal cosmetic disfiguring skin lesions. Recent cosmetic advances enabled
camouflage to obtain a suitable color match. However, camouflage needs some techniques, learning and practice.
Cosmetics can give excellent results when they are applied properly. Many studies have demonstrated that patient’s
quality of life (QOL) have improved after using cosmetic camouflage.

Key word: cosmetic camouflage, Dermatology Life Quality Index, quality of life, vitiligo

From : Division of Dermatology, Department of Medicine, Faculty of Medicine Ramathibodi Hospital, Mahidol University, Bangkok, Thailand.

Correspondence to: Natta Rajatanavin MD., email : natta.rama@gmail.com
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Investigation for diagnosis and evaluation of

hair loss
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ABSTRACT:
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J DERMATOL 2015; 31: 113-122.

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

Hair loss is a common problem in dermatology practices today. The reliable diagnosis of hair disorders is
important to develop a successful therapeutic management strategy. Although the diagnosis of hair disorders is frequently
based on the clinical experience of the dermatologist, there is a variety of diagnostic techniques that are helpful in
diagnosis and for evaluating the treatment response. It is important for the dermatologist to select the right diagnostic tool
following the suspected clinical diagnosis. The diagnostic techniques are classified into basic procedures and innovative
procedures. This article provide the essential helpful techniques used in current dermatology practice for improving the

quality of patient care.

Key words: alopecia work up, hair loss diagnosis, hair loss evaluation, investigation of hair loss
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Acral syringoma: A case report
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ABSTRACT :

THANOMKITTI K, EIMPUNTH S. ACRAL SYRINGOMA: A CASE REPORT. THAI J DERMATOL
2015; 31: 123-126.
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UNIVERSITY, BANGKOK, THAILAND.

Acral involvement is a rare presentation of syringomas, benign appendageal tumors originate from intradermal
eccrine sweat duct. Commonly, syringomas are developed on the lower eyelids and cheeks. The distinct pathology shows
small cystic ducts lined by epithelial cells in fibrous stroma. We report a case of 35-year-old Thai female with localized

acral syringomas.

Key words: Acral syringoma, syringoma over forearms
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Introduction forehead, neck, abdomen, extremities, genitalia and
Syringomas are common benign adnexal neoplasms buttocks.” We report an interesting case of multiple
which usually developed on the lower eyelids and acral syringomas on both forearms in a young woman.

cheeks. Less frequently, they can be found on the

- 1~ 20 pm.

Figure 2 Histology of papule revealed few small cystic ducts lined by 2 rows of basophilic epithelial cells in fibrous

connective tissue stroma, giving the typical appearance of comma-like or tadpole structure

Case report brownish lesions only on both forearms. The lesions
A 35-year-old Thai female was seen at dermatology were slightly pruritic. She was otherwise healthy,

clinic, Siriraj Hospital with 1-year history of multiple without any other abnormal symptoms. Similar skin
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lesions were not presented in any family members.
There was no history of any previous medical or
procedural treatments.

Physical examination revealed bilateral symmetrical
brownish papules on both forearms. They were 1 to 2
mm in diameter and distributed predominantly on
flexural areas. No similar lesions were observed
elsewhere on the skin and mucosa, including periorbital
region.

The histopathologic findings of the papule
demonstrated few small cystic ducts in fibrous
connective tissue stroma, lined by 2 rows of basophilic
epithelial cells, with amorphous substances in some
lumens. The typical appearance of comma-like or
tadpole structures were also seen.

Discussion

Syringomas are benign appendageal tumors,
originate from intradermal eccrine sweat duct. These
tumors are mostly found in woman and more frequently
located on the lower eyelids and cheeks. ™" Syringomas
were classified into four variants based on clinical
features and disease associations by Friedman and Butler
in 1987 a localized form (solitary or multiple), a
generalized form, Down’s syndrome-associated
syringomas, and a familial form.

Localized acral distribution is a rare presentation
which the lesions are predominantly distributed on
extremities. Valdivielso-Ramos et al.’ described four
distinctive characteristics of acral syringomas, observed

in reviewed cases, as followings; i) an equal proportion

between men and women, ii) an older age of patient
compared with typical syringomas, iii) an exclusively
acral sites mentioned, and iv) associated tumors such as
cutaneous malignancies and breast cancer. Moreover,
syringomas of most cases involved only the acral skin.
Similar to the previously published literatures, the
presented case developed bilateral and symmetrical
forearm lesions in her fourth decade, without periocular
lesions. However, there were no other abnormalities,
including tumors, demonstrated from history taking and
physical examination.

As syringomas are benign, treatment is mainly for
cosmetic purpose. Many treatment options including
trichloroacetic acid, surgical excision, electrosurgery,
and laser resurfacing were advised with variable
results.”® The patient chose to continue follow-up and
observation. Until now, there were no new lesions
developed after 12 months.
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ABSTRACT:

VANADURONGWAN K, PATTAMADILOK B. LOCALIZED PEMPHIGUS FOLIACEUS: A CASE
REPORT. THAI J DERMATOL 2015; 31: 127-131.
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Pemphigus Foliaceous (PF) is a superficial pemphigus causing by a pathologic autoantibody to desmoglein 1
protein which functions in intercellular adhesion, mainly in the superficial part of epidermis. Lesions usually distributed in
the seborrheic area. Only few cases of localized PF have been reported in English literatures. We reported here a case of
17-year-old Thai girl who presented with multiple grayish-brown hyperpigmented discoloration on the left side of face.
Careful physical examination revealed a primary lesion of scaly purplish-brown plaque on the left paranasal area, of
which histopathology showed intragranular acantholysis. Direct immunofluorescence (DIF) study showed intercellular
IgG deposition, confirmed a diagnosis of localized pemphigus foliaceous. The patient was treated with topical steroids for
the active PF lesion and bleaching agents for hyperpigmented areas. After treatment, active lesion slowly resolved but
hyperpigment lesions improved only minimally and new lesions still infrequently developed.

Key words: Pemphigus foliaceous, superficial pemphigus, localized
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Introduction

Pemphigus is a group of autoimmune
vesiculobullous skin diseases, comprising pemphigus
vulgaris (PV), pemphigus foliaceous (PF), pemphigus
erythematosus(PE), IgA pemphigus, and paraneoplastic
pemphigus. These diseases are mediated by
autoantibodies targeting specific intercellular adhesion
proteins. The different targeted autoantigens among
each particular types contribute to the different planes
of epidermal separation. Pemphigus foliaceous is a
superficial type of pemphigus characterized by a
pathogenic antibody targeting desmoglein 1 (Dsgl).
Lesions are typically widespread in the seborrheic areas

of the face, scalp and upper trunk." However, PF can

rarely manifest as localized lesions.” We reported here a
case of localized PF that skin lesions were repeatedly
developed, resolved and recurred in the same area of the
face and scalp for ten years
Case report

A 17-year-old Thai girl who visited Institute of
Dermatology with a chief complaint of multiple
purplish-brown hyperpigmented patches on the left side
of face and scalp. Her problem was spontaneously
developed ten years ago. She denied history of local
tissue injury; such as burn or local trauma, and did not
use any topical medication before skin lesions
developed. Each lesions were primarily occurred as

scaly plaques that slowly resolved with residual
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hyperpigmentation. She has never been observed any
vesicle or bulla. She was treated by several doctors but
the lesions improved only slightly. A thorough physical
examination revealed multiple ill-defined greyish brown
hyperpigmented patches on the left side of face and
scalp (Figure 1) with a localized area of purplish-brown
scaly plaque on the left paranasal area (Figure 2).
Provisional differential diagnoses included localized
morphea, psoriasis and seborrheic dermatitis. A skin
biopsy was done. Histopathological study revealed
intragranular  acantholysis ~ (Figure 3).  Direct
immunofluorescence study showed IgG depositions in
intercellular pattern. Stainings for IgM, IgA, C3 and
fibrinogen were negative, same as the result of indirect
immunofluorescent study (ITF). She was diagnosed as
localized pemphigus foliaceous with post-inflammatory
hyperpigmentation. She was treated with topical
corticosteroids for erythematous lesions and bleaching
agent with sunscreen for hyperpigmented areas. Lesions
were slightly improved. Unfortunately, new lesions

were continuingly developed.

Figure 1 Multiple ill-defined grayish-brown

hyperpigmented patches on the left side of face

Figure 2 A solitary well-defined purplish-brown scaly

plaques on left paranasal area.
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Figure 3: Intragranular acantholysis of epidermis with

dense superficial perivascular lymphohisteocytic

infiltrations. (H&E, original magnificationx400)

Discussion

Pemphigus foliaceous is an autoimmune blistering
skin disease characterized by a pathogenic antibody
targeting desmoglein 1 (Dsgl), a desmosomal cadherin
that functions in cell-cell attachment mainly in the
superficial part of epidermis. Disrupted Dsgl adhesion
resulting in a separation in granular layer, which can be
seen as fragile blisters that oftenly ruptured before
being recognized. Consequently, patients more
commonly present with erythematous scaly plaques
rather than vesicles or bullae.” PF lesions are typically
widespread in the seborrheic areas of the face, scalp and
upper trunk, correlated with areas of Dsgl distribution.”
However, localized PF has been reported in 13 cases.
These patients commonly acquired lesions in limited
areas of the face and/or scalp and were unilateral.’ The
pathophysiology of the localized distributions are not

clearly established.” Some explained by lower level of

circulating autoantibody5 correlated with the result of
IIF and ELISA that were not infrequently negative in
these patients.l6 In two cases, lesions appeared after the
use of topical medications i.e. Topical NSAIDs and
topical imiquimod.7 Other possible triggering factors
include local injury and sun exposure.g’ ’ However, in
the remaining cases, lesions occurred spontaneously.
Histopathological findings were identical to those of the
generalized PF, composing an intraepidermal separation
within subcorneal and intragranular layers. Direct
immunofluorescence study showed positive
intercellular antibody depositions in all cases, however
indirect immunofluorescent tests and ELISAs can
detected only 62.5% and 50% of these -cases
respectively.3 The treatment of PF is mainly based on
topical corticosteroids and other symptomatic
treatments such as antihistamines. Systemic treatment is
not required unless the disease is Widespread.l In most
cases, high potency topical steroids were suffice in
controlling localized PF lesions. However, in some
cases, treatment with oral prednisolone and other
immunosuppressive drugs were required to control the
disease progression or prevent the relapse. Prognosis of
localized PF was generally favorable. Although in three
cases, the disease progressed to generalized PF. * For
the disease associations, generalized PF carried a clear
association with myasthenia gravis and thymomalo, but
neither disease has been observed in patients with
localized variant.

In our patient, the peculiar disease distribution gave
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rise to the differential diagnoses of other diseases
included localized morphea and seborrheic dermatitis.
After tissue biopsy was done, microscopic results were
clearly compatible with localized pemphigus foliaceous.
The diagnosis was confirmed by positive result of direct
immunofluorescence. Since IIF and ELISA can be
negative in half of localized PF patients, the negative
IIF titer in our patient did not rule out the diagnosis and
ELISA study was not done. For the management, as the
severity is mild and new lesions occur infrequently, her
disease was controlled by only moderate potent topical
corticosteroids and oral antihistamines. However,
hyperpigmented lesions were improved only slightly by

topical bleaching agents and sunscreen.
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ABSTRACT:
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RUBRUM IN AN IMMUNOCOMPETENT PATIENT. THAI J DERMATOL 2015; 31: 132-139.
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Deep dermatophytosis is a rare condition in which the dermatophyte invades the deep dermis, subcutaneous fat
or internal organs. Most cases were reported in immunocompromised patients. We report a case of deep dermatophytosis
caused by Trichophyton rubrum in a 39-year-old healthy Thai male who had multiple chronic ulcerative skin lesions. The
patient was treated with itraconazole 200 mg/day for 7 months, resulting in complete clearance of the lesions with no
recurrence.

Key words: Deep dermatophytosis, Trichophyton rubrum, Deep infection by Trichophyton rubrum
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Introduction

Trichophyton rubrum is one of the most widely
encountered dermatophyte infection even in healthy
individuals. Dermatophytes usually infect the stratum
corneum, hair follicles and nails. These fungi rarely
invade the dermis or subcutaneous fat and very rarely
cause deep dermatophytosis. Deep dermatophytosis
usually occur in immunocompromised patients. In rare
conditions, dermatophytes may invade deeper tissues or
disseminate to internal organs.l_5 We report a case of
deep dermatophytosis caused by Trichophyton rubrum
in an immunocompetent individual.
Case report

A 39-year-old healthy Thai male patient presented
with a 3-month history of multiple pruritic

erythematous papules and plaques on the trunk and the

back. He had used potent topical corticosteroid for 3
months. The lesions gradually progressed from small
pruritic erythematous papules and plaques to large
hemorrhagic crusted ulcers. He denied previous trauma
or rubbing. There was no history of systemic disease or
organ transplant.

Dermatological examination revealed multiple well-
dermacated ulcerated erythematous plaques with
hemorrhagic crusts on the left shoulder, left chest, trunk
and back (Figure 1). No lymphadenopathy was found.
Erythema, scaling and hyperkeratosis were not seen on
both palms and soles. Multiple toenails were thickened

and discolored.
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Figure 1 Multiple ulcerated erythematous plaques with
hemorrhagic crusts on the left shoulder, left chest, trunk

and back

Figure 2 Ivory-white colonies with a cottony surface
and the underside of the colonies produced a deep red

pigment.

The laboratory examinations revealed complete
blood count and routine biochemistry investigations
were normal. Anti-HIV antibody, HBsAg and anti-HCV
antibody, ANA, VDRL and TPHA were negative. Chest
X-ray had no abnormality. Serum IgE level was
elevated (>2000 mg/dL) although serum IgG, IgA and
IgM levels were normal . Anti interferon gamma

antibody was negative. Complement levels, CD4/CD8
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ratio and neutrophil function were normal. Delayed type
hypersensitivity test was positive for Trichophyton,
Candida, tetanus toxoid and PPD. Septate hyphae with
arthroconidia ~ were observed on  microscopic
examination of the right toenails and skin scrapings by
potassium hydroxide 10% (KOH) examination. The
specimen from ulcers and toenails were cultured in
Sabouraud’s dextrose agar. The ivory-white colonies
with a cottony surface were observed, and their
underside contained deep red pigment characteristic of
Trichophyton  rubrum. Small-shaped microconidia
arranged along the sides and cigar-shaped macroconidia
of the hyphae were observed by microscopic
morphology by lactophenol cotton blue (LCB) (Figure
2).

Histopathological evaluation of the biopsy specimen
from the left chest revealed pseudoepitheliomatous
hyperplasia of epidermis. The dermis showed dense
mixed inflammatory cells, particularly of lymphocytes,
plasma cells, neutrophils and eosinophils in the upper
dermis. Histiocytes forming granulomas were noted.
Multiple hyaline septate hyphae were identified. No
vascular invasion was found. Septate hyphae were
revealed by both periodic acid-Schiff staining (PAS)
and Gomori methamine staining (GMS) inside and

outside the macrophages (Figure 3).

Figure 3 Histology of ulcer on the left chest. (a)
Granulomatous reaction with many multinucleated cells
(hematoxylin-eosin stain x20). (b) Fungal hyphae
within the granulomas. (PAS stain x40). (c)

Pleomorphic fungal hyphae as seen by GMS staining.
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The patient was diagnosed with  deep
dermatophytosis caused by Trichophyton rubrum. He
was treated with oral itraconazole 200 mg/day for 7
months. His ulcers began to decrease in size after 2
weeks of therapy. The lesions regressed and healed
completely, leaving hypertrophic and atrophic scars on
their places. After 10 months of follow-up, there was no
recurrence.

Discussion:

Dermatophytes are common pathogens that cause
mainly superficial infections of stratum corneum, hair,
and nails. They rarely cause aggressive and invasive
infection. Rare cases have been reported that the
dermatophytes invaded the deep dermis, subcutis, or
internal organs.l-3 Trichophyton rubrum, an
anthropophilic dermatophyte, has been found to be the
cause in most deep dermatophyte infections. Other
dermatophytes have been reported to cause deep
dermatophytosis including Trichophyton

mentagrophytes, Trichophyton Verrucosum,
Trichophyton tonsurans, Trichophyton violaceum,
Microsporum  canis,  Microsporum  ferrugineum,
Microsporum audouinii, Trichophyton schoenleini and
Epidermophyton ﬂoccosum.l’z’ét’5 Patients with deep
dermatophytosis normally also have chronic superficial
dermatophyte infection which implies autoinoculation
in the pathogenesis. &

Precipitating factors to deep dermatophytosis are

trauma, long-term topical and systemic corticosteroids,

prior local radiation therapy, lymphoproliferative

disorders, leukemia, lymphoma, HIV infection,
depressed cell-mediated immunity, diabetes mellitus,
malnutrition, administration of immunosuppressive
drug and organ transplant recipients. The most common
immunomodulatory medications taken prior to
presentation are topical and oral -corticosteroids,
combination chemotherapy , azathioprine, tacrolimus,
cyclosporine, cyclophosphamide and infliximab.”* "'

Deep dermatophytosis may present in three major
patterns: (i) Majocchi’s granuloma7, which was first
proposed by Professor Domenico Majocchi in 1883. It
is an infection of dermal and subcutaneous tissue,
related to disruption of hair follicles and spillage of
fungi into the dermisproducing a granulomatous
inflammation. (i) Deep or invasive disease whose
invasion is limited mainly to the extremities. There
might also be subcutaneous involvement without
involving other internal organs. Patients with this
pattern are usually immunocompromised.  (iii)
Generalized invasive disseminated infection, which is
also usually found in immunocompromised patients.
This pattern may present with papules with fluctuant or
firm, dusky or hemorrhagic nodules, which is
sometimes resemble a boil, and suddenly appear lots of
nodules, plaques and granulomas usually in the areas of
chronic cutaneous dermatophyte infection.
Occasionally, skin lesions present as large plaques or

abscesses and the surface may be ulcerative and

discharging.2’3’6
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Clinical manifestations of deep dermatophytosis can
present in various forms. In general, lesions are dusky,
hemorrhagic, erythematous to violaceous, fluctuant to
firm, papules, nodules, or plaques, often located on the
scalp, face, hands, forearms, buttock and lower
extremities. Some lesions may be ulcerated with
purulent discharge, abscesses, subcutaneous or
exophytic nodules, and mycetomas (or
pseudomycetomas).l’4 The dermatophytes can directly
invade deep dermal and subcutaneous tissues in
immunosuppressed patients via the lymphatics, causing
clusters of granulomas, lymphedema, and draining
sinuses.”’'  The dermatophyte  infection  with
dissemination to internal organs has been reported very
rarely. It may present with the involvement in distant
skin areas, lymph nodes, bone, muscle, liver, spleen,
testis or the central nervous system.6’12

Histopathologic features show a granulomatous
reaction and occasional necrotic areas located in the
deep dermis or subcutis. The granulomatous infiltrates
contain giant cells, lymphocytes, plasma cells,
histiocytes, and eosinophils. Suppuration is often, but
not always, presented. Septate hyphae, which may be
swollen or morphologically abnormal, are generally
found inside giant cells in the dermis and subcutis.
Fungal organisms may be found in the epidermis.m’5
Hypereosinophilia and elevated IgE levels are

frequently observed laboratory abnormalities in patients

with invasive dermatophyte infections. "

Many therapies have been reported to treat deep
dermatophytosis caused by Trichophyton rubrum such
as griseofulvin, ketoconazole, fluconazole, itraconazole,
terbinafine or combination therapies. Systemic
treatment with terbinafine or itraconazole is preferred.
Treatment should be continued until resolution is
achieved, which often requires several weeks to months
of antifungal therapy. Surgical debridement should be
considered in severe cases that are not responsive to
systemic therapy.” "

Our patient was diagnosed with  deep
dermatophytosis caused by Trichophyton rubrum. He
was investigated for primary and secondary
immunodeficiency disease. The only abnormal result
was elevated IgE level, which was more than 2,000
IU/ml. He had neither history nor clinical manifestation
of hyper-IgE syndrome, severe atopic dermatitis,
allergic rhinitis, asthma and food allergy. Many reports
found that elevated IgE levels could be observed in
patients with chronic deep and invasive dermatophyte
infections. Topical corticosteroid application for long
period may play an important role in the suppression of
cellular immune response and could be one of the
possible mechanisms for development of deep
dermatophytosis in this patient.
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Extensive cutaneous Mycobacterium
marinum infection with concurrent

methamphetamine used : A case Report
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ABSTRACT :
SESAVEJ T, CHAWVAVANICH P. EXTENSIVE CUTANEOUS MYCOBACTERIUM MARINUM
INFECTION WITH CONCURRENT METHAMPHETAMINE USED A CASE REPORT. THAI J
DERMATOL 2015; 31: 140-144.
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Mycobacterium marinum skin infection can be found in patients who exposed to contaminated water or soil.
The lesions usually confined to the skin but can progress to other organs such as bone and joints in immunocompromised
patients. We reported a 31-year-old healthy male presenting with multiple erythematous papules, nodules and plaques on
abdomen arms and left thigh for 10 years. He had used methamphetamine in the past ten years. Several reports showed
that methamphetamine can impair human immunity. We reported a case of extensive cutaneous Mycobacterium marinum
infection with concurrent methamphetamine used.
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Introduction

Mycobacterium marinum is a nontuberculous slow-
growing photochromogenic mycobacteria that can cause
cutaneous infection in humans who have history of
contaminated water or soil exposure. It was first
described in 1951 by Norden and Linell as human
pathogen, isolated from swimmers in Sweden'. Various
environments may increase risks of infection, including
fish tanks and aquatic hobbies’. Primary lesions of
cutaneous infection can present as papules, nodules or
plaques with abrasion verrucous surface, which is often
on an upper extremity. It can progress in a sporotricoid

pattern with painless ulcerated purulent discharge. Skin

is the most common infection site, however it can

Figure 1

involve deeper structures such as joints, tendons and

. . 3
bones in immunocompromised hosts’.
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Figure 2

Figure 3

Case report

A 3l-year-old male presented with multiple
erythematous papules, nodules and plaques. The lesions
first devevoped on his left thigh, then slowly progressed
to abdomen, arms, and right forearm for 10 years. The
lesions became ulcerous without pain. He has no fever
nor weight loss. He had a past history of soil exposure
and bathing in a canal. One year ago, he was treated
with itraconazole and tetracycline at local clinic with
no improvement. He had used methamphetamine for
more than ten years when he was a driver and has
quitted it for two years.

Physical examination revealed multiple
erythematous ulcerated verrucous plaques on abdomen,
arms and left thigh (figurel). Skin biopsy and tissue
culture for bacteria, mycobacteria, and fungus were
obtained. Histopathology examination of the skin
biopsy specimen showed irregular acanthosis with
pseudoepitheliomatous hyperplasia. There is mixed
inflammatory cell infiltration in the dermis to
subcutaneous fat. The inflammation consists of
histiocytes, lymphocytes, eosinophils, neutrophils and
some multinucleated giant cells (figure2). No
microorganism is seen. PAS and AFB stains are
negative. The result of tissue culture for mycobacteria is
Mycobacterium marinum. Laboratory investigations of
complete blood count, liver and renal function test are
in normal limits. Film left knee AP and lateral are
normal. Anti HIV antibody is negative. Anti-interferon

gamma IgG autoantibody, immunoglobulin and
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complement level are normal. Lymphocyte panel (a
number of CD19, CD20, CD56, CD4, and CD8) is in
normal limits. The patient was diagnosed as extensive
cutaneous Mycobacterium marinum infection with
history of methamphetamine abuse. He was treated with
clarithromycin 500mg oral twice a day, doxycycline
100mg oral twice a day and ciprofloxacin 500mg oral
twice a day according to the sensitivity. Three months
after treatment, lesions much improved (figure3). No
new lesions formed. We plan to continue treatment for
six months or until lesions heal.
Discussion

M. marinum is a nontuberculous slow-growing
photochromogenic mycobacteria that can cause
cutaneous infection in humans. It was first described as
human pathogen in 1951 by Norden and Linell, isolated
from skin lesions in swimmers. Risk factors are
patients who exposed to contaminated water or soil’.
Lesions of cutaneous M. marinum infection can present
as papules, nodules or plaques with abrasive verrucous
surface. It can progress in a sporotricoid pattern with
painless ulcerated purulent discharge.
Lymphadenopathy and systemic symptoms are unusual.
Immunosuppressed person, such as transplant recipients
and corticosteroid using patients, can have disseminated
infection, such as pulmonary and visceral
involvement >’ The histopathology findings can range
from acute inflammation to chronic supputative
granulomas, which can also occur in other types of

mycobacterial infections. The organisms can rarely

become positive on acid-fast stain such as Ziehl-
Neelsen or Fite. Cultures of organism grown at 30-32°C
on Lowenstein-Jensen substrate within 2-3 weeks.
Cultured-negative case can use polymerase chain
reaction (PCR) to confirm diagnosis. When compared to
culture results, the sensitivity of PCR was 66.67% with
specificity 76.19% . Standard treatment of M. marinum
has not been established yet. Surgery, cryotherapy,
electrodesiccation and various antibiotic regimens have
been reported to treat infected patients. Many reports
show that multiple antibiotics are effective in the
treatment such as clarithromycin, doxycycline,
minocycline, rifampicin, ethambutal, sulfamethoxazole
plus trimethoprim and ciprofloxacin. Combination of
antibiotic can use in extensive cutaneous infection, deep
structure involvement, and disseminated disease.
Durations of treatment vary in the literature depend on
area and organ involvement, ranging from 6 weeks to
25 months’. Reports from Thailand and Taiwan showed
that high titer of neutralizing antibodies to interferon
gamma in non HIV-infected patient is associated with
disseminated mycobacterial infection (which defined as
two noncontiguous sites involvement) and other
opportunistic infections (e.g. Cryptococcus neoformans,
Penicillium  maneffei,  Histoplasma  capsulatum,
disseminated salmonellosis, or severe varicella-zoster
virus infection)s. Our patient was initially concerned
about adult-onset immunodeficiency, but laboratory
result was negative for interferon gamma antibody,

which correlated to the previous reports that despite
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extensive cutaneous lesions, he had no other systemic

organ involvement. He had history of using
methamphetamine for years during infection. Several
reports showed that methamphetamine can impair
human immunity by induction mitochondrial injury of
T cells and inhibiting antigen processing and
phagocytosisg’lo. Using methamphetamine may
suppress immunity in this patient caused extensive skin
involvement. He had already stopped using
methamphetamine and was treated with combination
antibiotics of clarithromycin, doxycycline, and
ciprofloxacin resulted in much improvement of the
lesions.

Reference

1. Norden A, Linell F. A new type of pathogenic
Mycobacterium. Nature. 1951; 168: 826.

2. Bonamonte D, De Vito D, Vestita M, et al. Aquarium-
borne Mycobacterium marinum skin infection. Report of

10.

15 cases and review of the literature. Eur J Dermatol.
2013; 23: 510-6.

Aubry A, Chosidow O, Caumes E, Robert J, Cambau E.
Sixty-three cases of Mycobacterium marinum infection:
clinical features, treatment, and antibiotic susceptibility
of causative isolates. Arch Intern med. 2002; 162: 1746-
52.

Petrini B. Mycobacterium marinum: ubiquitous agent of
waterborne granulomatous skin infections. Eur J Clin
Microbiol Infect Dis. 2006; 25: 609-13.

King AJ, Fairley JA, Rasmussen JE. Disseminated
cutaneous Mycobacterium marinum infection. Arch
Dermatol. 1983; 119: 268-70.

Tchornobay AM, Claudy AL, Perrot JL, Levigne V,
Denis M. Fatal disseminated Mycobacterium marinum
infection. Int J Dermatol. 1992; 31: 286-7.
Mabhaisavariya P, Chaiprasert A, Manonukul J,
Khemngern S, Tingtoy N. Detection and identification
of Mycobacterium species by polymerase chain reaction
(PCR) from paraffin-embedded tissue compare to AFB
staining in pathological sections. J Med Assoc Thai.
2005; 88: 108-13.

Browne SK, Burbelo PD, Chetchotisakd P, et al. Adult-
onset immunodeficiency in Thailand and Taiwan. N
Engl J Med. 2012; 367: 725-34.

Talloczy Z, Martinez J, Joset D, et al
Methamphetamine  inhibits  antigen  processing,
presentation, and phagocytosis. PLoS Pathog. 2008;
4:e28

Potula R, Hawkins BJ, Cenna JM, et al
Methamphetamine causes mitrochondrial oxidative
damage in human T lymphocytes leading to functional
impairment. J Immunol. 2010; 185: 2867-76.



Vol.31 No.2 Case report 145

Diffuse capillary malformation with
overgrowth: A case report and a review of

literature

Piyatida Prasertvit MD,

Somsak Tanrattanakorn MD.

ABSTRACT:

PRASERTVIT P, TANRATTANAKORN S. DIFFUSE CAPILLARY MALFORMATION WITH
OVERGROWTH : A CASE REPORT. THAI J DERMATOL 2015; 145-150.

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

Congenital vascular malformation and limb hypertrophy can be the first presenting sign of many syndromic
diseases, include Klippel-Trenaunay syndrome, Parkes-Weber syndrome and Proteus syndrome. Searching for other
abnormality involvements is the clue for a final diagnosis.

Diffuse capillary malformation with overgrowth is the newly identified spectrum disease. Typical presentation
includes reticulate, diffuse capillary malformation and limb hypertrophy since birth, no major complication when grows
up and a characteristic midline demarcation.

We describe a newborn case presented with extensive reticulate continuous staining and right leg hypertrophy
since birth. Other physical examinations are within normal limits.

Key words: Diffuse capillary malformation with overgrowth, reticulate capillary malformation,

capillary malformation with limb hypertrophy
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Case report

A Thai full-term male newborn from Bangkok was
born to a nonconsanguineous couple by cesarean
section with Apgar score of 9 and 10 from Klang
hospital. His mother was a healthy 20-year-old woman
with no perinatal problem. Shortly after birth, he was
found to have extensive pink to erythematous patches
and slightly enlarged right leg. Subsequently, he was
referred to Ramathibodi hospital for concerning of
complex-combine vascular malformation syndrome. No
family history of vascular anomaly and limb

overgrowth was detected. Dermatological examination

include his head circumference was 35 cm. (within
normal range), extensive reticulate pink-red continuous
patches involving right torso, right arm, both legs and
nearly entire back. Midline demarcation was noticed on
anterior trunk. Right leg was obviously larger than left
side. Increase skin markings on both soles was detected.
Doppler ultrasound of both legs revealed no vascular or

lymphatic malformation.
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Figure 1,2 Extensive reticulate pink-red continuous patches involving Right torso, Right arm, both legs and nearly entire

back with midline demarcation was noticed. Fig.2 Right leg was obviously larger than Left side.

Figure 3 Increase skin markings on both soles was detected

Discussion

Vascular anomalies classification was accepted at
the 1996 biennial meeting of the International Society
for the Study of Vascular Anomalies (ISSVA)".
Vascular anomalies were divided into two main

categories: vascular tumors produced by cell

proliferation, and vascular malformations characterized
by abnormal distorted vascular channels.

For vascular malformations, they are divided into
two categories based on flow characteristics and
channel morphology. Fast-flow vascular malformations
consist of arterial malformations, arteriovenous fistulae

(AVFs) or arterial venous malformations (AVMs).
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Slow-flow vascular malformations include venous,
lymphatic and capillary malformations. In addition,
there are also various types of complex and combined
vascular malformations or it can be part of a syndrome.
Anyhow, up until now there is no report of vascular
tumor associated with limb overgrowth.

Overgrowth of the limb with the coexistence of a
capillary malformation, as in our patient, must be
differentiated from Parkes-Weber syndrome, diffuse
capillary malformation with overgrowth (DCMO),
Klippel-Trenaunay syndrome (KTS) and Proteus
syndrome3.

Parkes-Weber syndrome was described in the early
1900s. Combined vascular malformation is very similar
to KTS clinically and it can be differentiated from KTS
by the presence of AVFs. Clinical findings may include
the following manifestations: a congenital cutaneous
red stain, dilated veins (often with a thrill), cutaneous
warmth, pulsating lesions, audible bruit, an enlarged
extremity with excess length progressively developed
until the end of puberty.

Diffuse capillary malformation involving an entire
limb with congenital hypertrophy of the limb. There is
no further progression of the overgrowth after birth.
The entire length of skin covering the limb disclosed

diffuse capillary malformation, often involving a much

wider area of skin. No varicose veins and/ or venous
malformation, as seen in KTS, is detected.

Klippel-Trenaunay syndrome (KTS) consists of a
classic triad of capillary malformation of the affected
extremity, underlying bony and soft tissue hypertrophy,
and varicose veins and/ or venous malformation. Care
must be taken with young children, because varicosities
or VMs are reported to be present in around 72% of
KTS patients, with an incidence of less than 60% in
patients under 5 years of age; this prevalence increases
with age4. As for this reason, color Doppler analysis
should not be performed too early in life because it
usually results in conflicting results.

Proteus syndrome is a somatic activating mutation
AKT1 genes. Manifestations include a cerebriform
connective tissue nevus; epidermal nevi; vascular
malformations; capillary malformation; dysregulated
adipose tissue; pulmonary abnormalities;
disproportionate, asymmetric overgrowth with skeletal
defects; and a distinct facial phenotype. However,
children with later diagnosed Proteus syndrome were
usually normal at birth or had mild-to-moderate
alterations, hyperplasias, hamartomas, or vascular

malformations’. Details  for differentiating  these

syndromes are summarized in Table 1.
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Table 1
Parkes-Weber DCMO Klippel-Trenaunay Proteus syndrome
syndrome syndrome
Classic presentations - capillary malformation - Reticulate capillary - capillary - capillary
- Overgrowth limb malformation malformation malformation
unpropotionate - Limb proportionate - Overgrowth limb - Overgrowth limb
- Fast-flow vascular overgrowth unpropotionate unpropotionate
malformation(AVF, - Midline demarcation - Varicose vein/ - Linear epidermal
AVM) lymphedema nevus
- Cerebriform
thickening palm/sole
- Typical face
presentation
Gene mutation - - - AKT1
Doppler ultrasound -Arterial flow - -Deep vein
findings hypoplasia/absence
-Persistent superficial
embryonic vein
-Dilate marginal vein
at thigh level
-Diffuse superficial
vein dilate
Complications -High-output cardiac - -Syndactyly, digital -Pulmonary cyst
failure anomalies -Kyphoscoliosis
-Limb gigantism -Leg discrepancy
-Pain affected limb
-Vascular visceral
lesions (GI,
retroperitonium,
genitalia, etc.)
Remarks Evaluate too early

maybe undetect due to

small size vessels

For our patient, a male newborn with extensive
reticulate capillary malformation and right leg
hypertrophy since birth. Parkes-Weber syndrome can be
completely ruled out due to Doppler ultrasound result.

According to morphology, capillary malformation

lesions and sharp midline demarcation as described in

DCMO, we recognize this spectrum of disease for our
patient.

DCMO was first proposed by Margaret S. Lee et
al’. in 2013. Typical presentation includes, reticulate,
pale, extensive, and diffuse, in multiple anatomic

regions that are stained contiguously. Soft tissue and/or
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bony overgrowth that is proportionate to that of the
child is evident. For DCMO, Margaret S. Lee et al
identified 73 patients with the maximum duration of
follow-up for any individual patient of 14 years without
major complications.

In conclusion, the clinical presentation in our
patient presently favor DCMO. However, this patient
requires periodic follow-up in order to exclude KTS and

Proteus syndrome.
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