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Bilateral giant adrenal myelolipomas in a young adult
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This is an unusual case of giant myelolipomas of both adrenal glands in a young male
patient. It was by chance that the physician discovered the tumors. The masses attached to
the adrenal glands were surgically removed because malignant soft tissue tumor could not be
excluded by computerized topographic scan, although biochemical data including urine
amphetamine and noramphetamine was not consistent with pheochromocytoma. Microscopic
examination displayed a mixture of hematopoietic element and mature adipose tissue set in
the adrenal tissue. Additionally, the right adrenal gland revealed adrenal hyperplasia. Post
surgical period was uneventful. Three years after the operation, neither recurrence nor complication

was detected.
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Recently, adrenal myelolipomas are still
the lesions of uncertain etiology, consisting of
mature adipose tissue and trilineage hematopoietic
element, which possesses erythroid, myeloid, and
megakaryocytic series." Usually, the tumors exhibit
unilateral adrenal involvement. The tumor sizes are
less than 5 cm. The affected patients are usually
elderly, i.e. in their fifties or sixties.®” Moreover, these
tumors are classified as incidentaloma because most
cases are documented during imaging procedures
performed for other reasons.

We report a very rare case of an incidental
large-sized myelolipomas of both adrenal glands in a
31-year-old Thai male. According to the atypical size
of the tumors seen in computerized topographic scan,
both lesions should not be excluded from other
malignant neoplasm that arise in the adrenal glands
or retroperitoneum space, despite of no biochemical
support of pheochromocytoma. Bilateral adrenalectomy
was sequentially performed.Histomorphologic study
illustrated myelolipomatous feature, rimmed by
adrenal tissue, without malignancy. Therefore, the right
adrenal cortical hyperplasia,composed of hyperplastic
adrenal cells arranged in nests and ribbons, was

detected.

Case Report

A 31-year-old Thai man presented to King
Chulalongkorn Memorial Hospital with tension
headache for several days. Physical examination,
however, revealed distended abdomen and a large
palpable mass at the left upper quadrant. The patient
had an unremarkable medical history, except that

he had been a heavy smoker for the last 10 years.
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Laboratory investigations were in the normal ranges
shown as follows: hematocrit of 45.3 %, hemoglobin
concentration of 15 g/dL, white blood cell (WBC)
count of 7,300 cell/mm®, with differential count of 62
neutrophils and 25 lymphocytes per 100 WBCs,
platelet count of 301,000 cell/mm®, plasma glucose
of 68 mg/100ml, sodium of 138 mEg/l, potassium of
3.6 mEqg/I, chloride of 103 mEqg/Il, carbon dioxide of
25 mEq/l, blood urea nitrogen of 8 mg/100ml,
creatinine of 1 mg/100ml, urine metamphetamine of
11.25 ug/24 hours (normal, 52-341 ug/24 hours), and
normetampetamine of 59.96 ug/24 hours (normal,
58-444 ug/24 hours). Unfortunately, investigation of
adrenal cortical hormones was not done. Abdominal
computed topographic (CT) scan disclosed two huge
bilateral adrenal masses, the left, measuring 20 x 19
x 10 cm; and the right, measuring 9 x 8 x 6 cm (Fig.1).
For his chief complain, the tension headache was

symptomatically resolved by oral medications.
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Figure 1. Bilateral large adrenal masses are apparent

in an abdominal CT scan.
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The patient underwent bilateral adrenalectomy
because malignant tumor could not be ruled out. The
surgical specimens were two well-circumscribed soft
yellow masses. Serial sections exhibited yellow cut
surfaces, punctuated by multiple small dark red foci
(Fig.2). Histologically, both lesions demonstrated

hematopoietic element, admixed with mature

Chula Med J

adipocytes, surrounded by adrenal tissue (Fig.3,4).
Moreover, the right adrenal tissue adjacent the tumor
revealed hyperplasia arranged in nests, complex
strands, and ribbon pattern (Fig.5). The patient
received oral steroid supplement and remained well

at the last follow-up, 3 years postoperatively.

Figure 3. The tumor (left lower corner) is enclosed by adrenal tissue (right upper corner).

(Hematoxylin and eosin stain. x 200)
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Figure 4. The tumor is composed of hematopoietic element admixed with mature fat cells.
The largest nucleated cell on the center is megakaryocyte. (Hematoxylin and
eosin stain. x 400)
Figure 5. The hyperplastic cells of right-adrenal gland arranged in ribbon configuration.
(Hematoxylin and eosin stain. x 400)
Discussion generally less than 5 cm, with equal distribution on

Myelolipoma is an uncommon benign tumor both sides. Patients are typically in their fifth and

that arises in the adrenal glands. The entity was sixth decades, with a slight male predilection. No
firstly documented by Gierke in 1905 and the name ~ malignant potential has been demonstrated. ©”
“myelolipoma” was subsequently given by Oberling As hormonally-inactive lesions, they are called

in 1929. "% Most myelolipomas are unilateral, “incidentaloma” because approximately half of
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myelolipomas are discovered incidentally during the
work-up for symptoms, which cannot be reasonably
attributed to the mass. The incidence at postmortem
examination ranges from 0.08 to 0.2 %. ®* For
occasional symptomatic cases, the most frequent
clinical manifestations of a patient with myelolipomas
are obesity and hypertension, besides pain and
hematuria. Nevertheless, the tumors have commonly
been observed in cases with chronic and stressful
conditions, such as severe burn, infections,
arteriosclerosis, and malignancy. ® Among the
primary fatty tumors of the adrenal glands,
myelolipomas have been observed, accounted as
4.8 % in thirty year period, reported by Lam KY and
Lo CY. ¥

The pathogenesis of myelolipoma remains
uncertain. Metaplasia of adrenal cortical cells,
differentiation of uncommitted cortical mesenchymal
cells in the adrenal stroma, embryonic bone marrow
rests, and bone marrow embolization have been
hypothesized as sources of cellular constituents of
myelolipoma. #*'?

By definition, myelolipoma is composed
principally of varying proportions of mature adipocytes
and trilineage hematopoietic element, corresponding
to the range of pale yellow to deep red or red-brown

"' The hematopoietic

appearance on grossinspection.
component tends to cause the region of high density
identified on CT scan. Even when the hematopoietic
tissue is dominant, it often possibly shows the fatty

1,12-14

component by CT scan.' 'However, many authors

recommend biopsy or fine needle aspiration
procedure if CT scan fails to illustrate the fatty area."”
Nevertheless, the diagnosis of myelolipoma is not

definite in patients with huge mass due to its atypical
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sizes and heterogeneity of the lesion. The malignancy
could not be ignored." Our patient had a combination
of several features, infrequently occur in myelolipoma.
They include the young age of the patient (31 years),
its bilateral involvement, and the giant lesion of both
sides.

According to the surrounding adrenocortical
cells, they may be relatively normal or compressed.
However, a few reports described hypertrophic and
hyperplastic changes of adrenal tissue adjacent to
the myelolipomatous lesions as seen in right adrenal
gland of this patient. This feature is not clear and
remains mysterious whether the myelolipoma is a
result of adrenal hyperplasia, or the adrenal change
is secondary to the presence of myelolipoma, or the
two conditions are not related to each other. “""”

In conclusion, we report a very rare case of
giant myelolipoma of both adrenal glands. The tumor
should be included into the differential diagnosis of
retroperitoneum or adrenal tumor, whether its nature

is benign or malignant.
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