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Bilateral Adrenal Leiomyoma: A Rare Tumor With
Unusual Presentation

Amy Cheng-Mei Khor® ", Naveen Rajaratham?®

Abstract

Adrenal leiomyoma is a rare tumor. Bilateral adrenal leiomyoma is
even rarer. Most of the patients with adrenal leiomyoma are asympto-
matic. Hence, it was found incidentally most of the time. Some of the
patients with huge tumor might complain of abdominal pain, fatigue
or weigh loss. In this study, we report a middle-aged gentleman with
bilateral huge adrenal leiomyoma, who presented with recurrent epi-
sodes of syncopal attack due to hypoglycemia.
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Introduction

Leiomyoma is a common benign smooth muscle tumor that
can occur in any organ. Adrenal lesions are common and often
discovered incidentally [1]. However, leiomyoma of adrenal
gland is very rare. Bilateral adrenal leiomyoma is even rarer.
Most of the patients with adrenal leiomyoma are asympto-
matic. Hence, adrenal leiomyoma is always discovered dur-
ing a radiological examination performed for indication other
than an evaluation of adrenal disease [2]. Patients with huge
adrenal leiomyoma may present with abdominal pain [3, 4].
The clinical and radiological features of a huge adrenal leio-
myoma might be mistaken as a malignant tumor. In this study,
we report a middle-aged gentleman with bilateral huge adrenal
mass, which initially was thought to be malignant but subse-
quently confirmed as a leiomyoma through histopathological
examination.

References for review of literature were identified through
searches of PubMed and Medline for articles published to June
2020 using the terms “adrenal leiomyoma”.
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Case Report

A 38-year-old Indian man presented with recurrent episodes
of syncopal attack due to hypoglycemia. Clinically he was
normal built, with no neurological deficit. His blood pressure
was normal, and his abdomen was soft with no palpable mass.
Contrast-enhanced computed tomography (CECT) of abdo-
men was ordered to rule out insulinoma, and bilateral large
lobulated well-defined suprarenal masses with internal coarse
calcification were found (Fig. 1). The right mass was measured
at 12.9 x 11.9 x 15.5 cm and left mass was measured at 10.9
x 11.0 x 14.8 cm. He was tested negative for the human im-
munodeficiency viruses (HIV) and Epstein-Barr virus (EBV).
Biochemical investigations included electrolytes, synacthen
test and urinary metanephrine were normal. Ultrasound-
guided biopsy done with histopathological examination was
suggestive of well-differentiated leiomyosarcoma. Bilateral
adrenalectomy was done via transabdominal approach. Two
multilobulated masses weighing at 1,340 g and 850 g were
resected, respectively (Fig. 2). Histological examination re-
vealed a circumscribed tumor composed of spindle cells ar-
ranged in fascicles and interlacing bundles and focal storiform
pattern with extensive hyalinization. The mitotic figures are

Figure 1. Contrasted CT of abdomen showing bilateral large well-
defined heterogenous suprarenal mass with internal calcification. CT:
computed tomography.
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Figure 2. Gross pathology specimen showing bilateral lobulated, well-
encapsulated adrenal tumor.

hardly found. Immunochemical stain for muscle-specific actin
was positive. All these features are consistent with leiomyoma.
The patient was recovered well postoperatively. He was main-
tained on low-dose hydrocortisone postoperatively and had no
further episode of hypoglycemia observed.

Discussion

Leiomyoma of adrenal gland is rare. It is arising from the
smooth muscle of the adrenal vein and its tributaries [4]. It is
usually asymptomatic and found incidentally during CT scan-
ning. A few cases reported symptoms of abdominal or back
pain, fatigue and weight loss when tumor is large in size [3-6].
Pramod et al reported a patient with history of hepatitis B, who
presented with abdominal pain associated with weight loss and
fatigue and was found to have a right adrenal gland leiomyoma.
The tumor was measured at 14.1 x 11.4 x 10.1 cm, weighed at
600 g, by far the largest reported adrenal leiomyoma [6].

Twenty-three cases of adrenal leiomyoma have been re-
ported (summarized in Table 1) [3-25], and most of them are
unilateral. Bilateral adrenal tumor was found predominantly
in pediatric age group. Only one adult case of bilateral adrenal
tumor was reported by Kumar. It was found in a 55-year-old
lady with history of pulmonary tuberculosis [7]. In a few re-
ported cases, leiomyoma of adrenal gland was associated with
immunocompromised patients with acquired immunodeficien-
cy syndrome (AIDS) [8-12]. Out of 23 reported cases, seven
cases were associated with AIDS, two cases with history of
pulmonary tuberculosis and one case with concurrent Hashi-
moto’s thyroiditis. EBV has been identified in tumor cells of
leiomyoma in AIDS patients [13]. It has been postulated HIV
infection may promote smooth muscle tumors through direct
or indirect oncogenic stimulatory effects [4]. However, more
cases need to be studied.

Clinical and radiological features of adrenal leiomyoma
always make it difficult to be differentiated from other malig-
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nant causes [5]. Hence, histopathological examination is the
only confirmatory test and the only gold standard. A solid,
well-circumscribed tan mass with central hyalinization will
be revealed in a gross histopathological specimen of adrenal
leiomyoma. Mitotic activity in adrenal leiomyoma cells is low.
Bland looking spindle cells in a background of hyalinization
will be seen in the histological examination of the tumor. Im-
munohistochemically, the tumor tissue will be stained positive
for smooth muscle actin [21]. Surgical resection is the standard
of care for adrenal leiomyoma. It can be done through lapa-
roscopic or open transabdominal approach according to the
center or availability of specialty.

As compared to the previous reports, our patient was not
immunocompromised. His first presentation was hypoglycemia
with syncopal attack. This may be due to adrenal insufficiency
induced by the huge bilateral adrenal leiomyoma. It might be
the largest reported bilateral adrenal leiomyoma. Even though
bilateral adrenal mass is commonly caused by metastatic or in-
filtrative disease, adrenal leiomyoma can be considered as one
of the differential diagnoses for huge nonfunctional adrenal le-
sion found in a generally well-built patient.

Conclusions

Adrenal leiomyoma is rare. Its clinical and radiological fea-
tures can mimic malignant causes of adrenal tumor, especially
in our case; the bilateral adrenal tumor with internal calcifica-
tion was mistaken for malignancy. Surgical resection is always
the standard of care.
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