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Summary

Key words

We report an unusual case of disseminated cutaneous sporotrichosis with oral
mucous and tracheal involvement in a forty-year-old male with a history of
heavy drinking and liver cirrhosis. We also review the literature and other
similar published cases.
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Esporotricosis extracutánea en un paciente con
cirrosis hepática
Resumen

Palabras clave

Se presenta el caso clínico de un paciente de 40 años de edad con
antecedente de alcoholismo intenso y cirrosis hepática que desarrollo
esporotricosis cutánea diseminada con afectación a mucosa oral y tráquea.
Se comenta la literatura correspondiente.
Esporotricosis, Sporothrix schenckii, Cirrosis Hepática

Sporotrichosis is a granulomatous mycosis caused
by the dimorphic soil fungus Sporothrix schenckii. Most
cases are reported from Mexico [8], Peru [12], Brazil [9],
and Uruguay [3]. Other endemic areas are India, Japan [5],
and South Africa although recently cases have been reported all over the world. The fungus spreads from the initial
lesion along lymphatic vessels, forming indolent nodular
and ulcerating lesions restricted to the skin and subcutaneous tissue that typifies the most common form, the
lymphocutaneous [3]. Dissemination to other organs and
tissues such as mucous membranes, bones, muscles, viscera and central nervous system appears to occur more
often in patients with an immunosuppressive condition
(eg. alcoholism, diabetes, AIDS). Here we report a case
with multifocal cutaneous sporotrichosis lesions with oral
mucous and tracheal involvement in a patient with liver
cirrhosis.
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Case report
A 40 year-old male was admitted to the department
of Internal Medicine with fever, dehydration and a disseminated dermatosis. The patient was an iron worker with
cirrhosis and a twenty-two year history of heavy drinking.
He received a blood transfusion 6 years before because of
upper gastrointestinal bleeding due to a gastric ulcer. Two
months before, the patient noticed pruritus and painless
maculo-papular lesions on his face, neck, trunk, and extremities. He complained of odynophagia, dysphonia and
malaise.
In the physical exam the patient was sleepy and
there were no palpable lymph nodes. He had numerous
skin lesions involving almost the whole body surface, with
exception of hands and feet (Figure 1). Lesions at different
stages were seen, but the most prominent were necrotic
ulcers, nodules and verrucous plaques, some with goldenyellow crusts with involvement of the prepuce and scrotum. Blood tests revealed microcytic and hypochromic anemia (hemoglobin 7.19 g/dl), creatinine: 1.6 mg/dl, urea:
189 mg/dl, sodium: 153 mmol/l, potassium: 5.5 mmol/l,
serum albumin: 1.4 g/dl and total bilirrubins of 2.1 mg/dl.
He had two negative ELISA for HIV. Treatment was initiated with dicloxacillin 1 g IV every 6 h and fluconazol
100 mg IV every 12 h due to a suspected staphylococci
and fungus mixed infection. The hydroelectrolytic imbalance and acute renal failure were corrected. A punch
biopsy taken from one skin lesion stained with periodic
acid-Schiff showed a mononuclear and polymorphonuclear infiltrate of the dermis, vasculitis of the deep venulocapillary plexus and pannicular septum that were initially
attributed to Candida spp. Therapy was changed to Amphotericin B with at an initial dose of 25 mg IV and a
maintenance dose of 50 mg IV every day.
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The patient had a torpid evolution and he died after
18 days. A week after the death of the patient, a growth on
Sabouraud culture medium demostrated the presence of
Sporothrix schenckii (Figure 2A).
Sections of tissue specimens taken at the autopsy
were stained with Grocott´s methenamine silver and periodic acid-Schiff reagent, and revealed scanty small round
and cigar-shaped yeast forms (Figures 2B, 3A and 3B),
that were compatible with a mycosis due to sporotrichosis
with total skin, tongue, and tracheal involvement. Micronodular cirrhosis, acute diffuse alveolar damage in hyaline
membrane phase, portal vein thrombosis, and a gastric
peptic ulcer with bacterial colonization were also seen.
a
Discussion

b

Sporotrichosis is the most important subcutaneous
mycosis in Mexico. It commonly presents as lymphocutaneus (75%) and fixed cutaneous (20%) forms [3,4,8]. Disseminated and extracutaneous presentations are uncommon; in a series of 304 cases collected in 36 years in
Brazil [9], only 4 corresponded to these types. Others have
reported similar findings, where the frequency ranges from
0.5% to 9% [5,12]. Due to the atypical and complex form
of this presentation, such as that described here, the term
“pyoverrucoid syndrome” has been used to describe verrucose and erythematic crust covered lesions of different
diseases such as leishmaniasis, chromoblastomycosis, tuberculosis verrucosa cutis, chronic staphylococcal lymphangitis, and also sporotrichosis [2].

c

a
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b

Figure 1. a) Verrucose and crust covered coalescing skin
lesions on face; b) Multiple lesions at different stages:
necrotic ulcers, nodules and verrucous plaques with hematic
crusts with redness and desquamation of surrounding skin;
c) detail of abdominal skin lesions; d) ulcerated hemorrhagic
crusted lesion on arm.

Figure 2. a) Conidia located laterally and at the extreme end
of the hyphae observed on one of the lesions grown in
Sabouraud medium, 1000x; b) Spherical yeast form and
cigar-shaped yeast (arrows) of one of the tongue lesions
stained with Grocott´s methenamine silver (GMS). 400x.
Post-mortem study.
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Figure 3. a) Spherical yeast forms and cigar-shaped yeast
(arrow) visualized in tracheal specimens that are stained with
GMS. 400x; b) Langhans giant cells, containing spherical
yeast forms and cigar-shaped yeast of one of the skin lesions
stained with periodic acid-Schiff. 400x. Post-mortem study.

It has been reported in immunocompromised patients developing unusual histological and clinical presentations of sporotrichosis, that may be delayed diagnosis for
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as much as several months [13]. Diabetes, AIDS, chronic
obstructive pulmonary disease, alcoholism and chronic use
of steroids appear to be risk factors for the development
of extracutaneous and disseminated forms of the disease
[3-5,8]. Most cases have been described in alcoholic or
cirrhotic patients with or without diabetes [1,7,14]. We
believe that alcoholism and cirrhosis were the predisposing factors in this particular case. Mohan and colleagues,
in India, [10] reported an alcoholic individual with multifocal Sporotrichosis, with great erythematic edematous
necrotic lesions similar to those found in our patient.
Another interesting consideration was the dysphony
and odynophagia referred by the patient, which together
with the histopathological report of S. schenckii and the
macroscopic involvement of tongue and trachea confirm
the dissemination of the fungus to the respiratory tract.
This type of involvement is even more rare and has been
observed in patients with or without skin lesions but with
severe immunocompromise and with the use of inhaled
corticoids [6,16].
Without a doubt, one of the difficulties in the diagnosis of sporotrichosis is the few yeast cells on direct
exam or biopsy specimens [4,7]. The demonstration of the
fungi in tissue segments is very difficult and has even been
confused with other mycosis such as crytpococcosis, histoplasmosis and candidiasis [15,16]. The use of more specific stains such as periodic acid-Schiff, Grocott´s methenamine-silver, or immunohistochemical stains, (Figures 2B,
3A y 3B) have higher rates in demonstrating the typical
forms of the microorganism, even more so when there is a
high index of suspicion or clinical acuity [11]. The best
diagnostic method is the culture of affected tissue on
Sabouraud medium that permits the observation of typical
S. schenckii; pigmented hyphae with branches of microconidia similar to a flower.
Finally, although rarely life threatening, the treatment response to disseminated or extracutaneous sporotrichosis is poor, especially in the immunosuppresed individual. Unfortunately, beside the disseminated mycosis,
these patients suffer from a variety of different immunosupression-related ailments, which ultimately cause their
death.
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