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Case Report

Three rare cases of cutaneous phaeohyphomycosis
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ABSTRACT

Phaeohyphomycosis is a chronic infectious condition caused by dematiaceous fungi which usually
involve the skin and subcutaneous tissue. Subcutaneous phaeohyphomycosis is characterised by
papulonodules, verrucous, hyperkeratotic or ulcerated plaques, cysts, abscesses, pyogranuloma,
non-healing ulcers or sinuses. In India, commonly associated genera are Exophiala, Phialophora,
Cladosporium, Curvularia, Fonsecaea and Alternaria. This condition involves the presence of
brown-walled hyphal structures in the dermis and epidermis. Here, we are reporting a rare case
series of three patients of phaeohyphomycosis with lesions on finger and dorsum of the hand.
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INTRODUCTION

he term ‘phaeohyphomycosis’ was coined by

Ajello et al. in the year 1974.1" Phaeohyphomycosis

is a chronic infectious condition caused by
dematiaceous fungi which usually involve the skin and
subcutaneous tissue and occasionally the paranasal
sinuses or the central nervous system.?

CASE REPORTS

Case 1

A42-year-oldhomemakerpresentedwithasingleasymptomatic
lesion over the dorsum of the left hand since 10 months with
no prior history of trauma. There was a history of gradual
increase in size of the lesion over a period of time with no
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history of discharge, pain, redness or bleeding from the lesion.
There was also no history of restriction of joint movements.
Clinical examination revealed the presence of a solitary,
4 cm X 3 cm sized, well-defined, non-transilluminating, firm,
non-tender nodule on the dorsal aspect of the left hand with
no evidence of regional lymphadenopathy. The nodule was
not adherent to overlying skin |Figure 1].

Case 2

A 55-year-old homemaker came with complaints of a single,
asymptomatic swelling over the left middle finger with a
history of gradual increase in size since 2 years. The patient
denied any apparent antecedent trauma, arthropod bite,
family history or contact with a person with similar lesions.
There was no history of discharge, pain, redness or bleeding
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from the lesion. There was also no history of restriction of
joint movement or any difficulty in doing daily activities.
Clinical examination revealed the presence of a solitary,
2 cm X 2 cm sized, well-defined, non-transilluminating,
firm, non-tender cystic lesion on the dorsal aspect of left
middle finger with no lymphadenopathy. The lesion was
not adherent to overlying skin [Figure 2].

Case 3

A 52-year-old male, farmer by occupation, known case
of pemphigus vulgaris on monthly dexamethasone
cyclophosphamide pulse therapy, presented with a solitary
asymptomatic swelling over right ring finger since 5 months
with a gradual increase in size. There was no history of
antecedent trauma, discharge, pain, redness or bleeding
from the lesion. Examination revealed a solitary well-defined
non-tender, mobile swelling of 3 cm X 3 cm over right ring
finger with no overlying skin changes [Figure 3].

Differential diagnosis of ganglion cyst,
phaeohyphomycosis and myxoid cyst was considered in
all the three cases.

In all the three cases, routine haemogram, liver and renal
function tests and biochemical tests were within normal
limit. Fine-needle aspiration cytology from the lesions in
all three cases was suggestive of inflammatory lesion of
fungal origin. Acid-fast bacilli smear was negative. Ten
percent KOH mount showed hyaline and dematiaceous
tortuous vesiculated branching fungal hyphal filaments
in all the three cases [Figure 4].

Fungal culture showed growth of dematiaceous fungus
species on Sabouraud’s dextrose agar [Figure 5]. Punch biopsy
specimens obtained from the lesions revealed acanthotic
epidermis with perivascular lymphohistiocytic infiltration in
dermis on haematoxylin and eosin staining [Figures 6 and 7].
Periodic acid—Schiff (PAS) stain showed fragmented bits of
granulationtissueandnumerous coloniesofpigmentedhyphal
structures suggestive of phaeohyphomycosis [Figures 8 and
9]. Hence, a final diagnosis of phaeohyphomycosis was made
in all the three cases. Cases 2 and 3 received oral itraconazole
200 mg twice a day for a minimum of 4 months followed by
surgical excision [Figures 10 and 11]. There was no recurrence
of lesions in next 6 months after surgical excision. Case 1
was started on oral itraconazole 200 mg twice a day, but the
patient was lost to follow-up.

DISCUSSION

Phaeohyphomycosis is caused by brown pigmented fungi
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Figure 1: Solitary, 4 cm x 3 cm sized, well-defined, firm, non-tender nodule on
dorsal aspect of left hand

Figure 2: Solitary, 2 cm x 2 cm sized, well-defined, firm, non-tender cystic
lesion on dorsal aspect of left middle finger

Figure 3: Solitary well-defined non-tender, mobile swelling of 3 cm x 3 cm
over right ring finger

containing melanin in their cell wall. Melanin scavenges
free radicals and hypochlorite produced by the phagocytic
272
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Figure 4: Ten percent KOH mount showing hyaline and dematiaceous
tortuous vesiculated branching fungal hyphal filaments

Figure 8: Fragmented bits of granulation tissue and numerous colonies of
pigmented hyphal structures on periodic acid—Schiff stain (x10), suggestive of
phaeohyphomycosis

cells and also binds to hydrolytic enzymes, and this makes
it possible for the fungus to cause infection even in
immunocompetenthost.’'Current prevalenceisunknown,
but in recent years, the number of cases has increased in
immunosuppressed patients. Depending on the extent
and depth of invasion, the disease is classified as surface,
subcutaneous, systemic and cerebral. Cutaneous and
subcutaneous phaeohyphomycosis is usually secondary
to direct inoculation, often succeeded by trauma.
Subcutaneous phaeohyphomycosis occurs in all climates
throughout the world. The climate ranges from tropical
to temperate in India, and the disease has been reported

273

Figure 7: Acanthotic epidermis with perivascular lymphohistiocytic infiltration
in dermis on H and E, x40

Figure 9: Fragmented bits of granulation tissue and numerous colonies of
pigmented hyphal structures on periodic acid—Schiff stain (x40), suggestive of
phaeohyphomycosis

from North to South, except for the Western and Eastern
regions of the country.?

Males are commonly affected because of their outdoor
occupation. The highest incidence is seen in the third and
fifth decades of life.’ According to many published cases,
many species are involved although they mostly belong
to the genera Exophiala, Alternaria, Phialophora, Curvularia
and Fonsecaea ® However, more recently, in a case report,
a new species of dematiaceous fungus, Phialemoniopsis
ocularis, has been implicated in chronic subcutaneous
phaeohyphomycosis.”
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Figure 10: Post-excision patient 1

Following a chronic course, it begins with the appearance
of small papules which evolve into a cyst and ultimately
resultsinthe formation ofnodules orindurated plaques.©®®l
The disease most commonly presents as cysts, commonly
seen in the phalanges, or well-demarcated, slow-growing
nodules. The lesions are located in exposed parts of
the body such as the lower and upper limbs. The most
common subcutaneous lesion is the cystic form which
is characterised as a firm lesion with well-defined edges
and intact skin surface.” The varied presentations are
papulonodules, verrucous, hyperkeratotic or ulcerated
plaques, cysts, abscesses, pyogranuloma, non-healing
ulcers or sinuses.?? Differential diagnoses include
lipomas, epidermal cysts, bacterial abscesses, fibroids,
foreign body granuloma and squamous cell carcinoma.!'!

Laboratory diagnosis includes isolation of fungal
hyphae on potassium hydroxide mounts and culture on
Sabouraud’s dextrose agar.!"'l Histopathologically, the
lesions show brown-walled septate hyphae or yeast or
a combination of both in tissue. The Fontana-Masson
stain (specific for melanin), PAS and Gomori methenamine
silver stains can be used to confirm the diagnosis.!""!

Localinfection maybe treated with excision or cryotherapy
or in combination with antifungals.” Dematiaceous fungi
are most susceptible to voriconazole, itraconazole and
posaconazole, whereas ketoconazole and fluconazole
have limited activity. Amphotericin-B and 5-flucytosine
may also be used as treatment modality. Systemic disease
is often refractory to therapy.'! Successful treatment
of these lesions includes complete excision. In case of
incomplete resection or relapse, oral itraconazole is still
considered as the standard treatment for this condition.!®!
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Figure 11: Post-excision
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