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ABSTRACT

Background: Basidiobolomycosis is a rare fungal infection caused by Basidiobolus ranarum. The Zygomycetes includes two
fungal orders: Mucorales and Entomophthorales, with completely different pathogenic potentials. Basidiobolusranarum was first
described in 1886 in frogs. We present a case of bleeding per rectum in a 3-year-old male patient, resident of Southwestern
of Saudi Arabia. The diagnosis was confirmed by characteristic histopathlogical findings. The aim of presenting the case is to
increase awareness among health care professionals in areas of endemicity, so appropriate specimen processing may lead to

enhanced case detection and reporting.

Conclusion: Antifungal therapy is adequate to cure Gastrointestinal Basidiobolomycosis infection

spectable.

if the fugal mass is unre-
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INTRODUCTION

Basidiobolomycosis is a rare fungal infection caused by Ba-
sidiobolus ranarum[1] Basidiobolus ranarum (B. haptospo-
rus, B. meristoporus) belongs to the order Entomophthorales
in the family of Zygomycota[2,3]. The Zygomycetes includes
two fungal orders: Mucorales and Entomophthorales, with
completely different pathogenic potentials [4,5,6]. Mucora-
les involve only the immunocompromised patient, while En-
tomophthorales, which include Basidiobolus genera, causes
infection in immune competent individuals, mostly chronic
infection of the subcutaneous tissue[4,5,6]. This fungus is an
environmental saprophyte found in soil and decaying vegeta-
ble materials[7]. This fungus is endemic in some parts of the
world such as India[8,9,10]. It is commonly found in soil and
decaying vegetable materials and occasionally found as a
commensal in the gastrointestinal tracts of amphibians, rep-
tiles, fish, dogs, frogs, and bats[11,12,13]. Fatal cases have
been reported in toads [14,15].
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CASE REPORT

A previously healthy 3 year-old male child from Aseer Re-
gion (Mohyil in Tohama area) presented to medical attention
with history of bleeding per rectum for three months. It was
fresh, intermittent bleeding, and small amount. The bleeding
was associated with supra pubic abdominal pain, intermit-
tent fever, weight loss (about 4 kg) and diarrhea alternate
with constipation in last two months prior to admission . No
history of bleeding from other orifices and no jaundice. The
patient’s past history was unremarkable.

On examination he was pale not jaundiced with normal vi-
tal signs. By rectal examination he found to have anterior
wall mass rounded smooth 3by 4 cm with fresh blood and
no anal fissure or external mass. Other systemic examination
was unremarkable. Initial laboratory workup showed WBC
16.8x10%/mm, eosinophils 6%, Absolute eosinophilic count
1.0008cell per microliter. Hemoglobin 6.8g/dL, Platelets
599x103/mm and Erythrocyte sedimentation rate 33 mm/
hour with normal liver function tests. Abdominal CT-scan
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showed ill identified solid hypo dense non enhancing lesion
measuring 3.5cm by 1.9cm involving the left anterior lateral
aspect of the rectum(Figure 1).

Patient was admitted as case of bleeding per rectum with
rectal mass for investigation. Evacuation of pus collection
was done and biopsy was taken .Infectious disease team were
consulted. The patient was started on vancomycin , tazocin
and liposomal amphotericin B . The gram stain and culture
were negative for bacteria and fungus . Acid fast bacilli
and culture were negative .The histopathology showed de-
generate material and fibrin infiltrated by eosinophils with
microabscess formation .Fungal hyphea surrounded by an
eosinophilic sheath are seen intermingled within the inflam-
mation ,which was characteristic for Basidiobolomycosis
(Figure-2) . Antifungal was changed to itraconazol. No more
bleeding or constipation and the mass size regressed with
time. follow up CBC showed, WBC = 11.000/mm?® Hemo-
globin = 10.5 gm/dl Platelet =353,000/ mm and normal ab-
dominal ultra sound .

The patient was treated by PO itraconazol for 1 years. He did
well tolerated his medication during the course and showed
remarkable improvement. His weight at end of therapy was
increase by 3 kg.

Figure |: Abdominal CT.

Figure I. Contrast-enhanced CT scan of abdomen showed ill identified sol-
id hypo dense non enhancing lesion measuring 3.5cm by 1.9cm involving
the left anterior lateral aspect of the rectum.

Figure 2

(A): Fungal hyphae of basidiobolomycosis ( arrow) surrounded by
eosinophilic sheath ( H&E stain, x 20 magnification).

(B): Fungal hyphae of basidiobolomycosis highlighted by Grocott
methamine- silver stain (arrow), x20 magnification.

(©): Eosinophilic microabscess (arrow) within fibrin and degenerate
material, (H&E stain, x| 0 magnification).
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DISCUSSION

Since the first report of GIB in 1964 until the present, there
have been 71 cases of GIB, in the English literature. Cases
have been reported from Saudi Arabia with 23 cases, Iran
with 17 cases, USA with 23 cases, Kuwait with 2 cases, The
Netherlands with one case, and Iraq with 6 cases. The pa-
tients age ranged from1.5 to 80 years old. This disease was
significantly more common in males; from 71 reported cas-
es, only six patients were female. Nearly all patients had ab-
dominal pain and fever as their initial symptoms; however,
some cases additionally had constipation (4 cases), diarrhea
(1 case), and gastrointestinal bleeding(1 case). Only one pa-
tient presented with mucoid stool. Furthermore, one case
presented with perforated appendicitis because of fungal
invasion in the appendiceal wall. Radiologic examination
by ultrasonography and CT scan were reported in 20 cases.
Wall thickening in mass seen 8 and intestinal, gastric or ab-
dominal masses in other 12 cases. There were 3 cases with
preliminary diagnosis of inflammatory bowel disease such
as Crohn’s disease with and without fistula. In 12reported
cases, there were concomitant liver and intestinal masses.
The method of diagnosis was pathology and culture. In 32
cases, culture was performed, however only 50% turned out
to be positive. Pathologic diagnosis of the cases was charac-
teristic and showed the same picture in all of them, i.e. the
presence of Splendore- Hoeppli bodies and many eosinophils
as well as intensely radiating eosinophilic granular material
surrounding the fungal elements. This histological finding is
very characteristic of this fungus and other invasive fungi
with gastrointestinal involvement. Mucormycosis causes ex-
tensive necrosis and vascular invasion and even their gran-
ulomas are morphologically different with no eosinophils.
Immunologic diagnosis of B. ranarum with methods such
as immunodiffusion has been reported, which seems to be
specific and has no cross reactivity with other fungi of Ento-
mophthorales; however, its sensitivity is controversial. This
immunodiagnostic test can also be helpful for follow up of
patients. Molecular diagnosis has also been performed in
some reports with optimum results by DNA extracted from
formalin fixed paraffin embedded tissue, however, due to
the rarity of the disease many centers do not have the set up
for this method .Another important concern with this fun-
gal infection is prompt treatment by combined surgery and
medical therapy to eradicate disease and prevent early re-
currence. Delayed treatment can cause disseminated disease,
which has life threatening outcome. Then only and causes
postmortem diagnosis can be done on autopsy studies. Addi-
tionally, delayed treatment can cause complications such as
bowel perforation, obstructive uropathy, esophageal varices,
and duodenobiliary fistula [16].

CONCLUSION

Bleeding per rectum secondary to basidiobolomycosis is
extremely unusual and so far no reported cases in pediat-

rics. The aim of presenting the case is to increase awareness
among health care professionals in areas of endemicity and
appropriate specimen processing may lead to enhance case
detection and reporting. The best outcome of this unusual
fungal infection is achieved by combination of medical and
surgical treatment. In our case the mass was unreachable and
patient was cured by medical therapy only.
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