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ABSTRACT

Aims: Cutaneous phaeohyphomycosis is a rare disease. The term 'phaeohyphomycosis' is applied
for various groups of dematiaceous fungal infections whose characteristics are pigmented hyphae
production. In Iran, very few cases of phaeohyphomycosis have been reported.

Presentation of Case: Here a rare case of cutaneous phaeohyphomycosis has been reported in a
26 year- old immuncompetent woman with a 4- year history of an infection of the face and upper
anterior aspect of the right leg. Histologic examination of the lesion illustrated features of
phaeohyphomycosis.

Discussion and Conclusion: Physicians should retain a high clinical suspicion because
phaeohyphomycosis may infect both immunocompromised and immunocompetent hosts.
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infection.
1. INTRODUCTION

Coined by Ajello in 1979, Phaeohyphomycosis is
an infection caused by a darkly pigmented or
‘dematiaceous’ fungi that evolve their coloration
from melanin in the cell walls [1] and are
characterised by the presence of septate
hyphae, yeasts or yeast-like forms. The term
phaeo is derived from the Greek word phaios,
which means gray and relegate to the color of
these fungi in tissue and in culture medium.
These fungi are typically found in the soil and are
acquired through inhalation or penetrating
trauma. This infection has been described in both
immunocompetent and immunocompromised
individuals [2]. In other word
immunosuppression, is not an obligatory bet for
the happening of phaeohyphomycosis. There
are 5 clinical categories: (1): superficial; (2)
cutaneous; (3) corneal; (4) subcutaneous; and
(5) systemic, and cerebral. [3] Subcutaneous
tissue is a popular site for phaeohyphomycosis
and is universally thought to occur as a result of
traumatic implantation or skin injery from the
contaminated plants or soil [4]. More than 100
species and 60 genera of these fungi have been
associated with cutaneous phaeohyphomycosis
[5]. In recent decade many rare and new
members of this group are rising as significant
human pathogen. Although phaeohyphomycosis
is an uncommon infection, trends toward an
increasing outbreak have been noted especially
in at-risk patients [6]. The diagnosis of
phaeohyphomycosis depends upon
demonstration of pigmented fungal structures by
histopathology. Although this infection has been
described worldwide, the incidence is higher in
countries with tropical and subtropical climate.
Clinically, the lesion begins as a papule, which
then grows into a warty nodule or plaque at the
site of implantation. Microscopically the skin
shows hyperkeratosis and
pseudoepitheliomatous hyperplasia and a diffuse
chronic inflammatory infiltrate and granulomatous
reaction. We herein present the histologic
findings of a case of subcutaneous
phaeohyphomycosis. This is the first reported
case of phaeohyphomycosis from Yazd, Iran.

2. PRESENTATION OF CASE

A 26 years old female agricultural engineer from
South Eastern of Iran and a low socioeconomic
background was presented with painless a warty

nodule and plaque on her face of 4 years
duration and right leg of 2 years duration. Fig. 1
showing these lesions. Lesions were chronically
increased for the last several months.

There was no history of systemic expression,
pain or fever. She denied any considerable
trauma. Physical examination revealed a 10x8
cm dark brown, diffuse and infiltrated plaque
involving the anterior aspect of the right leg
(Fig. 1A) that had a well-defined but irregular
border with marked hyperplasia. In addition there
was a large verrucous as well as nodular growth
and elevated lesion 25x18 cm on her left face
area with irregular border which involved both
maxillary and mandibular areas (Fig. 1B).

Fig. 1(A, B). Reveals huge warty nodules on
her right leg and face

On palpation, the lesions were soft and painless.
Pressure of the lesions resulted in drainage of
viscous vyellow materials. No grains were
visualized in the materials. There was no
regional lymphadenopathy. Among routine
investigations, hematologic and biochemical
tests were unremarkable. Serological tests were
found to be negative for and human
immunodeficiency virus. Thereafter, the patient
was evaluated regarding immunologic state
which was within normal limits. An incisional
biopsy sample measuring 2 x 1.8 x 0.7 cm was
taken from the leg and sent for pathological
evaluation. Sections showed skin tissue. The
epidermis exhibited marked acanthosis. Nodular
aggregates of epithelioid cells, multinucleated
giant cells, neutrophils, and lymphocytes forming
granulomas were seen in dermis and
subcutaneous tissue. Within these nodules
aggregates of pigmented hyphae were noted.
These fungal elements consisted of short chains
of brown-pigmented septate hyphae, and oval



yeast like cells. Pigmented hyphae were present
within the cytoplasm of multinucleated giant cells.
Fig. 2 (A, B) However, thick-walled sclerotic
bodies were not identified. The final diagnosis
was phaeohyphomycosis. The patient underwent
partial surgical excision and received treatment
with Itraconazole 200 mg BD. She responded
partially to the surgical excision combined with
antifungal therapy and discharged (for personal
reasons). Unfortunately, the patient was lost for
follow-up.

Fig. 2A. Shows aggregates of pigmented
hyphae (H&E x40), B: Reveals pigmented
hyphae (H&E x40)

3. DISCUSSION

During the last decades there has been an
increment in the number of reported patients of
phaeohyphomycosis. The increase may also be
related to a heightened knowledge of this
infection in humans and improved diagnostic
methods. Phaeohyphomycosis may infect both
immunocompromised and immunocompetent
individuals with different clinical features, ranging
from cutaneous infections to  fulminant
disseminated diseases. Predisposing agents
include cancer, tissue transplantation, use of
corticosteroids or other immunosuppressive
drugs, and acquired immunodeficiency syndrome
[7]. Our patient was an immuncompetent woman.
Pooja Suri has reported a case of multiple brain
abscesses caused by C. bantiana in an immune
competent patient [8]. André Luiz Rossetto has
explained a case of subcutaneous
phaeohyphomycosis in an immunocompetent
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patient [9]. A rare case of 25-year-old immuno-
competent man with cerebral abscess has been
described by Nandedkar S [10]. V. Arunagiri
reported a 23 year old immunocompetent male
with phaeohyphomycosis of the scalp [11]. José
Napoledo Tavares Parente described two cases
of  subcutaneous  phaeohyphomycosis in
immunocompetent patients [12].
Phaeohyphomycosis affect men and women
equally, and the highest incidence is between the
third and fifth decades of life [13]. They are
generally located in exposed areas such as the
lower and upper limbs, however, Renan Minotto
reported a 57-year-old woman with
phaeohyphomycosis in the ungual apparatus
[14]. Our case was a 26 years old woman and
the lesions were on her face and her leg. The
lesions usually remain localised as subcutaneous

nodules. In some cases, the lesions may
resemble the cauliflower-like lesions
characteristic of chromoblastomycosis.

Pseudoepitheliomatous hyperplasia,
hyperkeratosis, parakeratosis, and acanthosis
overlying the upper dermal granuloma are
recognized in microscopic examination of
phaeohyphomycosis .It was true about our case.
The portal of entry is not well established.
However, since these fungi exist as saprophytes
in the environment, trauma has an important role
in the pathgenesis of this disease. Sean M
highlighted the role of trauma in the
pathogenesis of subcutaneous
phaeohyphomycosis. Their case, at age 10, had
sustained traumatic implantation of wood
splinters into the affected area during a tornado
[3]. We believe that our patient has had
traumatic implantation of fungal material from
contaminated plants owing to her occupational
exposure. To the best of our knowledge 6 cases
of phaeohyphomycosis reported from Iran [15-
20]. Iran has various climates and the disease
has been reported from different regions.
Phaeohyphomycosis should be considered in
differential diagnosis of granulomatous
inflammation presenting as cutaneous lesions. It
should be distinguished from other specific

pathologic conditions such as
chromoblastomycosis and mycetoma, which are
also caused by dematiaceous  fungi.

Chromoblastomycosis produces characteristic
sclerotic bodies in tissue [21]. Mycetoma
characterized by the presence of mycotic
granules [21]. Since these fungi exist as
saprophytes in the environment, cultures must be
expound with care. Histopathology is an
important  tool in the diagnosis  of
phaeohyphomycosis. In other word the disease



is more of a histopathological than a clinical
entity. Usually the diagnosis is made after
excision with the histopathological examination
as in this case. Specimens are frequently not
cultured; thus, species identifications are not
often made [22]. Surgical excision and antifungal
therapy remain the standard remedies for
coetaneous and subcutaneous
phaeohyphomycosis. Surgical excision can
eradicate the localized cutaneous
phaeohyphomycosis.  Itraconazole has been
reported to be highly  effective in
phaeohyphomycotic infections, even in some
resistant cases, but it is still unable to achieve a
complete cure in some refractory cases [23]. In
the present patient, complete surgical excision
was supposed to be impractical, so she
underwent partial surgical excision and received
treatment with Itraconazole.

4. CONCLUSION

In conclusion, cutaneous phaeohyphomycosis is
a rare disease, causing ulceration and draining
nodules not only in immunosuppressed patient
but also in immunocompetent hosts. Skin is one
of the organs most frequently affected by
phaeohyphomycosis and histopathology plays a
crucial role in diagnosis. Specimens should be
handled carefully because of the known
pathogenesis of these organisms in immuno-
competent individuals.
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