- Letter to the Editor

Fatal Gastric Mucormycosis and Strongyloidiasis in a Patient with

Dapsone Hypersensitivity Syndrome

Dear Editor,

Mucormycosis is an important and dangerous emerging
opportunistic infection in diabetics and immunocompromised
individuals.!"! Hyperinfected or disseminated strongyloidiasis
is a relatively lesser-known complication following
immunosuppressive therapy. In the literature, hyperinfection
syndrome is usually defined as involvement of the skin,
gastrointestinal tract, and/or pulmonary system (the usual
pattern of natural infection). In contrast, diagnosis of
disseminated strongyloidiasis is considered when there is
involvement of organs other than the skin, gastrointestinal
tract, or lungs (i.e., sites not generally included in the
traditional life cycle).”’ Mucormycosis and strongyloidiasis
co-infection in a single patient is rarely reported in medical
literature.®”? Here, we report a 50-year-old woman with
refractory erythroderma, who developed features of sepsis
and gastric ulceration, that retrospectively was found to
be due to co-infection with Mucor spp. and Strongyloides
stercoralis.

A 50-year-old woman was admitted to our hospital with
an erythroderma of 2 weeks duration due to dapsone
hypersensitivity syndrome. Dapsone was prescribed by a
local practitioner for a hypopigmented patch on the face, with
a presumptive diagnosis of leprosy. Repeated skin biopsies
revealed spongiotic dermatitis. She was managed with
incremental doses of oral prednisolone up to 1 mg/kg/day
and prophylactic oral proton pump inhibitors, (as she had a
history suggestive of acid peptic disease), for three months.
As there was no response, cyclosporine was added at
a dose of 3 mg/kg/day. She subsequently developed
isolated thrombocytopenia (37,000 cells/mm?®) and possibly
steroid-induced diabetes mellitus. Her diabetes was
managed with insulin and cyclosporine was withdrawn.

Lack of response to steroids and cyclosporine necessitated
the use of intravenous immunoglobulin 2 g/kg given
over 5 consecutive days; following which her erythroderma
improved markedly. Subsequently, oral prednisolone was
tapered to 0.5 mg/kg/day. Two weeks later the patient
developed persistent abdominal pain with nausea and
vomiting. Oral steroids were withheld, and she was
managed with intravenous hydrocortisone 100 mg q12h and
pantoprazole 40 mg once a day. An upper gastrointestinal
endoscopy was performed that revealed a large ulcer of
length 10 cm, with patchy blackish discoloration along
the lesser curvature of stomach. This lesion was biopsied.
Subsequently, the patient’s general condition deteriorated,
and she developed fever and hypotension. Work up for
bacterial infections including blood cultures were sterile
and she did not respond to broad spectrum antibiotics

and other supportive management. Due to the progressive
deterioration of her clinical condition, she was discharged
against medical advice as per wish of her relatives. She
passed away at home after 3 days. The histopathological
report that was reported subsequently revealed fully
eroded gastric mucosa invaded by broad obtuse angled
ribbon shaped branching aseptate hyphae suggestive of
mucormycosis [Figure 1] and sections of strongyloides
larva with hooklets and suckers [Figure 2].

Mucormycosis, an opportunistic infection caused by
Mucorales organisms, is reported to be the third most
common invasive fungal infection after candidiasis and
aspergillosis.! It is characterized by angioinvasion and
tissue destruction in immunosuppressed patients.!! The
most common type of mucormycosis is rhino cerebral;
others being gastrointestinal, pulmonary, and cutaneous.
Gastrointestinal infection is thought to occur by ingestion
of spores through contaminated food,” which was
probably the mode of entry in our patient. Mortality is
high (98%)" and antemortem diagnosis is made only
in 25-30% of patients.!'!’ The mainstays of treatment are
control of underlying disease or immunosuppression,
antifungal therapy, and aggressive surgical debridement.
Among antifungals, amphotericin B and posaconazole
are found to be effective, while the mucor fungus is
intrinsically resistant to voriconazole.

Disseminated strongyloidiasis is one of the opportunistic
infections reported in immunocompromised patients with
dermatological diseases, because of its propensity for
autoinfection.’) Gastric strongyloidiasis is rare; however,
achlorhydria due to prolonged use of proton pump
inhibitors has been reported to increase the risk.[) Our
patient, belonging to a region endemic for strongyloidiasis,

Figure 1: Section from gastric mucosa showing erosion with multiple broad
obtuse-angled branching aseptate hyphae (arrow) (H and E, 40x%)
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Figure 2: Section from gastric mucosa shows a cut section of Strongyloides
stercoralis with hooklets and suckers (black arrow) and a few fragments
of broad aseptate hyphae (white arrow) (H and E, 40x%)

was on immunosuppressants and proton pump inhibitors
and had developed diabetes mellitus, thus significantly
increasing her risk of acquiring both these infections. The
mortality of disseminated strongyloidiasis is high, ranging
from 60-70%.5) The prognosis of the co-infection is not
known as there are only few reports in the literature.
The usual reported causes of fatality in disseminated
strongyloidiasis are Gram-negative sepsis, respiratory
failure, and gastrointestinal bleeding.!!

These relatively rare opportunistic infections are not
usually considered by dermatologists while managing
patients with high dose steroids. In a rare coincidence, our
patient seems to have been affected simultaneously by both
these potentially dangerous pathogens. The importance
of regular deworming of patients in endemic areas on
immunosuppressants should not be underestimated.
Therefore, this report serves to stress that clinicians,
and dermatologists in particular, need to have a high
index of suspicion when faced with a chronic patient on
immunosuppresants having persistent upper abdominal
symptoms.
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