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Retroperitoneal Multilocular Bronchogenic Cyst Adjacent to Adrenal

Gland

Seok Woo Yangl, John A. Linton’, Sok Jong Ryus, Dong Hwan Shin®, and Cheong Soo Park’

—— Abstract

Bronchogenic cysts are generally found in the mediastinum, particularly posterior to the carina, but they rarely occur
in such unusual sites as the skin, subcutaneous tissue, pericardium, and even the retroperitoneum. A 30-year-old Korean
man underwent surgery to remove a cystic adrenal mass incidentally discovered during routine physical checkup. At surgery,
it proved to be a mulrilocular cyst located in the retroperitoneum adjacent to the left adrenal gland. Microscopically, the
cyst was lined by respiratory epithelium over connective tissue with submucous glands, cartilage and smooth muscle, thereby
histologically confirming bronchogenic cyst. This is the first reported case of retroperitoneal bronchogenic cyst in an adult

without other congenital anomalies in Korea
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INTRODUCTION

Bronchogenic cyst is a developmental anomaly that
results from abnormal budding of the tracheob-
ronchial tree, the condition being closely related
pathogenetically to aberrant pulmonary tissue, as well
as to congenital intrapulmonary cysts which represent
the persistence of bronchial tree continuity. If a mass
of developing cells separates from the main tra-
cheobronchial lumen, an extrapulmonary cyst devel-
ops and as its epithelial secretion continues, it en-
larges by gradual distention.' Ninety percent of
thoracic bronchogenic cysts are generally found in the
posterior mediastinum or in the posterior portion of
the superior mediastinum near the tracheal bifur-
cation.” Apart from the thorax, they rarely occur at
sites such as skin, subcutaneous tissue and peri-
cardium, but subdiaphragmatical bronchogenic cysts
are particulatly uncommon with ones in the retro-
peritoneum being distinctly rare. Bronchogenic cysts
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may be spherical, elliptical, or lobulated and they are
usually unilocular. A few cases of retroperitoneal
bronchogenic cyst had been reported before the
availability of computerized axial tomography without
mentioning any connection to the adrenal area.
Indeed some of the cases reported to occur in the
retroperitoneum seemed to be actually’ intraabdo-
minal, being loosely attached to the superior pan-
creatic body so that only a few cases presented as an
adrenal mass.’

To our best knowledge, only 16 cases of subdia-
phragmatic bronchogenic cyst have been reported in
the literature in English.z*’5 We herein present a truly
retroperitoneal multilocular bronchogenic cyst pres-
enting as an adrenal mass.

CASE REPORT

A 30-year-old Korean man was admitted for
further evaluation of an adrenal mass which had been
fortuitously discovered at roentgenologic examination
during a routine physical checkup. He had been in
good health without any evidence of chronic disease
or anomaly. An abdominal ultrasonography and com-
puted tomography (CT) scan of the abdomen revealed
a cystic mass in the left suprarenal area, measuring
7 cm in diameter (Fig. la and 1b). Radiologically, it
was considered to be a multilocular cystic mass
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Fig. la. Longitédinal abdominal ultrasonography shows a 6.7 X 4.4 om-sized, well-defined, amechoic cystic mass at left suprarenal fossa. Several
echogenic sepra can be seen within the cystic mass. b. Contrast-enbanced CT demonstrates thin-walled cystic mass at left suprarenal fossa compressing

adjacent structures without invasion. The enbanced septa are also noted.

probably arising in the left adrenal gland. The liver,
spleen, pancreas, and kidney appeared normal. At
operation, the cystic mass was separated from the left
adrenal gland, left kidney, pancreas, and spleen. It
was supplied by both the left renal artery and inferior
phrenic arterial branches, suggesting that the mass
had originated from the adrenal gland. During op-
eration, it was inadvertently perforated, extruding a
dark-green mucoid content, and so cytologic and
biochemical analysis of the contents of the cyst was
not possible. There was no evidence of commu-
nication with or previous rupture into adjacent struc-
tures. However the left adrenal gland was only closely
apposed to the cystic mass. The mass in continuity
with the left adrenal gland was removed. The patient
made an uneventful recovery after surgery without
any complication.

Pathologic findings

The resected cystic mass in continuity with the left
adrenal gland was dark-gray to brown and soft in
consistency. For the most part, it was collapsed
weighing 15 gm and measuring 6X1.5X0.3 cm.
The left adrenal gland was easily detached from the
cystic mass and was grossly intact. On section, the
cystic mass had numerous small locules of varying
sizes containing dark-green mucoid fluid. Each show-
ed a thin membranous wall of even thickness, while
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Fig. 2. Secsions show cystic cavities lined by psendostratified columnar
epithelium resting on fibrovascular connective tissue comtaining car-
tilage and seromucinows glands.

the internal surfaces were uniformly smooth. Micro-
scopically, locules were lined by respiratory-type
pseudostratified ciliated columnar epithelium resting
on fibrous connective tissue with seromucous glands
and hyaline cartilages fulfilling the histologic cri-
teria - of multilocular bronchogenic cyst (Fig. 2).
Neither pulmonary parenchyma nor teratomatous com-
ponents were present. There was no cytologic atypia
in the lining epithelium or stromal tissue com-
ponents. ’
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DISCUSSION

Bronchogenic cyst represents one type of foregut
cyst that forms from accessary buds that became
sequestered from the foregut during embryonic
development. Foregut cysts (bronchogenic, esophageal,
or gastroenteric) may be located in or near the res-
piratory tract, GI tract, pancreas, and liver. The most
common location of intrathoracic bronchogenic cyst is
posterior to the carina.' Subdiaphragmatic broncho-
genic cysts are rare, especially in the retroperitoneum.
Most reported subdiaphragmatic bronchogenic cysts
have been located in the peritoneal cavity and have
demonstrated an attachment to or a direct intra-
luminal connection with a portion of the gastro-
intestinal tract.® An embryologic explanation for the
occurrence of abdominal bronchogenic cyst has been
previously outlined.”” Early in embryonic life, the
abdominal and thoracic cavities are connected by the
pericardioperitoneal canal. With closure of the pleur-
operitoneal membranes which form the future dia-
phragm, abnormal lung buds of the primitive foregut
could be pinched off and trapped, with subsequent
migration into the abdomen before fusion of the
diaphragm components. Interestingly, about 75% of
the reported cases were described to develop on the
left side of the retroperitoneal region, as in this case.”

In clinical and radiologic views, the retroperitoneal
bronchogenic cysts are easily misdiagnosed as adrenal
tumor, pheochromocytoma, gastric tumor, enteric
cyst, bronchopulmonary sequestration, cyst of uro-
thelial origin, etc. However, a histological diagnosis
of bronchogenic cyst from these masses can be easily
made.®

The differential diagnosis of a retroperitoneal cyst
lined by ciliated epithelium includes cystic teratoma,
bronchopulmonary sequestration, cyst of urothelial
origin and foregut origin.9 A possible resemblance to
extragonadal mature teratomas with lung differ-
entiation must be appreciated, but the overall orga-
nization of constituent tissues in bronchogenic cysts
resembling those of normal bronchi should suffice in
distinguishing between the two lesions.® Broncho-
pulmonary sequestration, although believed to share
a common embryologic origin with bronchogenic
cyst, possesses lung parenchyma and a pleural in-
vestment along with the bronchial elements. Since the
bronchus and esophagus originate from the same
anlage, the histological difference occurs during the

budding period and developmental state. Among the
cysts of foregut origin, those containing cartilage or
seromucinous respiratory glands are designated as
bronchogenic cysts; those containing two well-devel-
oped layers of smooth muscle without cartilage are
designated as esophageal cysts; those with none of
these distinguishing features are classified as foregut
cysts. In contrast, retroperitoneal cysts of urogenital
origin may rarely have pseudostratified, columnar
ciliated epithelium; however, submucosal mixed se-
rous and mucous glands are not seen.”’

As mediastinal bronchogenic cysts are usually
asymptomatic, so are retroperitoneal bronchogenic
cysts, unless they are secondarily infected or large
enough to cause compression of other vital structures.
The cyst shows a tendency to be larger as the patient
gets older.’

Since there is a common lack of symptoms and
specific changes in laboratory findings, radiographic
examinations, in particular computerized axial to-
mogram, have an important role in making the
diagnosis. The computerized axial tomogram allows a
further differential diagnosis.4

The additional differential diagnosis of retroperi-
toneal cystic mass includes retroperitoneal cystic
lymphangiomas, cystic pancreatic tumors, pseudo-
cysts, leiomyosarcomas with cystic degeneration, he-
matomas, and abscesses.”

More than two-thirds of all retroperitoneal tumors
are malignant.” The congenital foregut cysts are
nonneoplastic and malignant transformation is excep-
tional."’ Excision is recommended to establish diag-
nosis and alleviate associated symptoms and for the
prevention of further complication.

In summary, an isolated retroperitoneal broncho-
genic cyst has been described in an asymptomatic
30-year-old Korean man. Review of the literature
suggested that there is a tendency for retroperitoneal
bronchogenic cysts to occur in the left side retro-
peritoneal region. Bronchogenic cyst should be con-
sidered in the differential diagnosis of retroperitoneal
Cystic mass.
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