CASE REPORT

v

Subcutaneous phaeohyphomycosis on the scrotum caused

by Exophiala jeanselmei

Case report

Feo-hifomicose subcutanea por Exophiala jeanselmei localizada na bolsa

escrotal - Relato de caso

André Luiz Rossetto *
Renan André Pérsio °
Rosana Cé Bella Cruz’

Gerson Dellatorre *
José Ceciliano de Menezes Romeiro *

Abstract: Subcutaneous phaeohyphomycosis is a disease caused by dematiaceous fungi that develops main-
ly in immunocompromised patients. Lesions are generally located on the lower limbs. The present report
describes a case of phaeohyphomycosis in an immunocompetent patient in whom a subcutaneous abscess
was located in an unusual site, on the left hemiscrotum. The abscess was treated successfully with oral flu-

conazole associated with surgical excision.
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Resumo: A feo-hifomicose subcutanea é uma doenga causada por fungos demaceos que acomete principal-
mente individuos imunocomprometidos e geralmente cursa com lesoes localizadas nos membros inferi-
ores. Os autores relatam um caso de feo-hifomicose subcutinea em um paciente imunocompetente, com
localizagao atipica - na hemibolsa escrotal esquerda -, tratado com sucesso com fluconazol sistémico asso-

ciado a excisao cirurgica.
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INTRODUCTION

Phaeohyphomycosis is a term used to describe
opportunistic skin and systemic infections caused by
various species of dematiaceous fungi, particularly
those of the Wangiella, Alternaria and Exophbiala
genera.

The disease is rare, cosmopolitan and general-
ly affects rural populations in tropical regions of
Central and South America, with a higher incidence in
immunocompromised patients. **

The authors report a case of subcutaneous
phaeohyphomycosis in an immunocompetent patient
in whom the infection was located at an unusual site,
on the left hemiscrotum. The patient was successful-
ly treated with systemic fluconazole associated with
surgical excision of the lesion.
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CASE REPORT

A 45-year old, married, male patient from
Balneario Camboria in the Brazilian state of Santa
Catarina, employed as a driver, noticed erythematous,
squamous, pruriginous macules in his left inguinal
region extending to his left hemiscrotum. On his own
initiative, the patient used several creams and the
lesions disappeared. He had a habit of working in his
vegetable patch at weekends, where he was in direct
contact with soil. Two months later, he noticed the
presence of a single, pruriginous lesion resembling an
abscess, located on his left hemiscrotum, which was at
times painful and which increased in volume, drain-
ing spontaneously with a purulent discharge.

The patient sought urological care, and surgical
drainage of the lesion was performed. Fragments were
sent for histopathology, revealing a chronic, nonspecif-
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ic, multifocal inflammation with granulated tissue and
extensive fibrosis. He returned to the urology clinic fol-
lowing a recurrence of the lesion, which was then sub-
mitted to surgical removal and further histopathologi-
cal evaluation, revealing results similar to those found
in the previous exam. Three weeks later, there was a
further recurrence of the lesion and the patient was
then referred for dermatological evaluation.

Dermatological examination of the lesion
revealed a single, flat, palpable, subcutaneous abscess
of 4 cm in diameter, firmly affixed to the skin, with
areas of atrophic scarring and the presence of a fistula
with a discharge of blood and serous exudate. It was
located on the patient’s left hemiscrotum, and there
were no palpable lymph nodes (Figures 1 and 2).

Laboratory tests (full blood count, glucose
and liver and kidney function tests) were all normal.
Serology (quantitative VDRL, FTA-Abs and anti-HIV 1
and 2) was nonreactive. Chest x-ray was normal.
Diagnostic confirmation of phaeohyphomycosis was
made by mycological examination in which micro-
morphology of the culture identified the dematia-
ceous fungus Exophiala jeanselmei.

Treatment was implemented with fluconazole,
450 mg orally once a week for 12 weeks, resulting in
partial regression of the lesion. Immediately prior to
surgery, the dose of fluconazole was increased to 150
mg daily for one week and surgical excision of the
lesion was performed by a team of urologists.

Histopathology revealed chronic superficial
perivascular inflammation, the presence of areas of
fibrosis and absence of tuberculoid granulomas.
Special staining (PAS-Digestion) was used to investi-
gate for fungi, which was negative.

The patient progressed well with no complica-
tions or recurrences over a 5-year follow-up period.

DISCUSSION

Data on the incidence of phaeohyphomycosis
are sparse. In a study conducted by Rees et al. (1998)
in San Francisco, USA, the incidence of the disease
was reported to be 1:1,000,000 annually. > In a review
of the Brazilian literature conducted by the authors of
the present paper, no publication was found up to the
present date on any cases of the disease registered in
the state of Santa Catarina.

The disease generally affects elderly and
immunosuppressed patients such as individuals with
Acquired Immunodeficiency Syndrome (AIDS) or
those in prolonged use of immunosuppressive drugs,
chemotherapy drugs or systemic corticosteroids. ** ¢’
Immunosuppression, however, is not an obligatory
condition for the occurrence of phaeohyphomycosis.
In the case reported here, the patient was a healthy
adult, who was not in use of immunosuppressive
drugs, and tested negative for diabetes mellitus and
HIV. These findings are in agreement with those of
Murayama et al. (2003), who reviewed 54 cases of
phaeohyphomycosis due to E. jeanselmei and failed to
identify any underlying disease in 31 cases (57.4%). "

The Exophiala jeanselmei species is a etiolog-
ical agent typically found in the cystic form of subcu-
taneous phaeohyphomycosis, the infection often
resulting from direct inoculation following trauma, a
cut or wound contaminated by soil, foliage, plants or
decomposing wood. "**

During his work in the vegetable patch, the
patient had a habit of scratching his inguinal region
and scrotum without first washing his hands or using
protective gloves. In doing so, he may have broken
the skin, thus facilitating inoculation of the fungus.

Lesions are generally confined to the upper
and lower limbs, lesions on the buttocks, neck and

FIGURE 1: Atrophic scarring located on the left hemiscrotum
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FIGURE 2: Detail of the blood and serous exudate discharge from
the fistula
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face being rare and on the scrotum extremely rare. **"

In the literature review performed by the authors of
the present report, two cases were found in which the
lesions were located on the scrotum, presenting as
pigmented papules and recurrent hydrocele. *"'

Histopathology may aid diagnosis of the dis-
ease by identifying inflammatory alterations and
dematiaceous fungal elements. *”** In the present
case report, no structural fungal elements were found
at histopathology even when special staining (PAS-
Digestion) was used. According to Cunha Filho et al.
(2005), the diagnosis of phaeohyphomycosis is based
on mycological evaluation, since the clinical appear-
ance of the condition may vary and histopathology
may be nonspecific. °

The material for mycological examination was
collected by swabbing the inside of the lesion through
the fistula and storing the sample in 0.85% saline solu-
tion. Direct examination showed dematiaceous
hyphas with a predominance of yeast elements
(Figure 3). Culture was performed in 2% Sabouraud
glucose agar, incubated at a temperature of 20-30°C
for 30 days. Macro-morphology showed a colony with
slow growth, mucoid, globular and yeast-like in
appearance and black in color (Figure 4). After 10-14
days, the colony began to develop short hyphas with
aerial mycelium, with a velvety texture, superficial
brownish-black pigments, grayish-olive on the back.
To identify micromorphology, a slide culture method
was used (microculture) in potato agar, incubated at
20-309C for 20 days. Micromorphology, performed
using lactophenol cotton blue stain, identified coni-
dia, which formed into conidiophores with a stick-like
appearance, tapered at the tips to truncate apices of
elliptic conidia, findings compatible with Exopbiala

FIGURA 4: Cultura em meio
Sabouraud 2%.
Inicialmente demonstrou

 colonias de leveduras
mucoides, globosas e de
coloracao preta

Jjeanselmei (Figure 5).

With respect to the treatment of subcutaneous
phaeohyphomycosis, some authors have considered
itraconazole to be the first choice drug. *"
Terbinafine alone has also been shown to be useful in
the treatment of refractory subcutaneous infection,
which may suggest future standardization of its use in
combination with other antifungal agents. **

The lesions may also be treated surgically. '
Some authors propose Mohs micrographic surgery as
an effective therapeutic option, this constituting an
alternative to the prolonged, expensive pharmacolog-
ical treatments that require laboratory follow-up. An
additional benefit is the minimal tissue loss with sur-
gical removal of the lesions.

Complete surgical resection of localized
lesions results in cure with no recurrence in the major-

FIGURE 3: Direct mycological examination. Presence of brownish
yeast elements

FIGURE 5: Culture in 2% Sabouraud glucose agar. Initially showed
colonies of mucoid, globular, black yeast
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ity of cases. * Terbinafine, itraconazole, amphotericin
B, fluconazole and ketoconazole have also been used
in association with surgical treatment. **'""*"

Although the study conducted by Silveira and
Nucci (2001) showed high minimum inhibitory con-
centration (MIC) values for dematiaceous fungi in
general with fluconazole ”, in the present case report
the use of fluconazole preceding surgery led to a
reduction in the size of the lesion and principally in
the inflammatory process, improving local conditions
during surgery and facilitating surgical removal of the
entire lesion.
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