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CASE REPORT

Unusual prerectal location of a tailgut cyst: A case report
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Abstract

Tailgut cyst is a rare congenital cystic lesion arising from
the remnants of the embryonic postanal gut. It occurs
exclusively within the retrorectal space and rarely in the
perirenal area or in the subcutaneous tissue. A prerectal
and retrovesical location of tailgut cyst is extremely rare.
To the best of our knowledge, only three cases have
been reported in the English literature. We experienced
an unusual case of tailgut cyst developed in the prerectal
and retrovesical space in a 14-year-old boy. Abdominal
computed tomography demonstrated a prerectal cyst
which was located at the anterolateral portion to the
rectum. The cyst contained yellowish inspissated
mucoid material. Microscopically, the cyst was lined by
squamous, columnar, cuboidal and transitional epithelia
and the wall was fibrotic with dispersed smooth muscle
cells. Although tailgut cyst arising in prerectal area is
extremely rare, its possibility should be considered in
differential diagnosis of a prerectal and retrovesical cystic
mass.
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INTRODUCTION

Tailgut cyst, known as a retrorectal cystic hamartoma, is a
rare congenital multicystic lesion arising from the remnants

of the embryonic postanal gutll’zl. It almost exclusively oc-
curs within the retrorectal or presacral spaceHJ and rarely in
the perirenal area™” the subcutaneous tissue in the ano-
rectal regionlﬁ’g] and anterior to the rectum™”. The prerec-
tal location of a tailgut cyst is extremely rare. To the best
of our knowledge, only three cases have been reported in
the English literature. Here we report an additional case of
tailgut cyst arising in the prerectal and retrovesical space
and review the relevant literature.

CASE REPORT

A 14-year-old boy presented with abdominal pain and
dysuria for 2 d. Physical examination revealed suprapubic
pain and tenderness. Routine laboratory tests including a
complete blood count, electrolytes, and routine urine anal-
ysis were within normal limits. Abdominal computerized
tomography demonstrated a well-demarcated oval-shaped
cystic mass which was located at the prerectal and retroves-
ical space (Figure 1). He underwent explorative laparotomy
for the definite diagnosis and treatment. Intra-operative
finding showed that the cyst did not communicate with the
prostate, bladder or rectum. Complete mass excision was
performed. Macroscopic examination revealed an unilocu-
lar cyst measured 5 cm X 3 cm in cross diameter. The cyst
showed a thickened fibrous wall and focal adhesion to the
adjacent fibroadipose tissue. The cyst contained yellow-
ish inspissated mucoid material. Microscopically, the cyst
showed a variety of the lining epithelia including glandular,
cuboidal, transitional and squamous epithelia (Figure 2).
The cyst wall contained disorganized bundles of smooth
muscle cells. The underlying stroma showed mild infiltra-
tion of chronic inflammatory cells. On immunohistochem-
ical staining, prostate specific antigen (PSA) and neuroen-
docrine markers including chromogranin A were negative
in the lining of the epithelial cells. The patient’s recovery
remained uneventful for 10 mo postoperation.

DISCUSSION

Tailgut cyst or retrorectal hamartoma, is a rare congenital
multicystic lesion and is believed to originate from the
remnant of the tailgut which is a primitive gut temporarily
present at the caudal portion of the embryo[2’3’8]. During
its development the embryo possesses a true tail, reaching
its largest diameter on the 35" d of gestation. The anus
develops above the tail on the 56" d of gestation, by which
time the latter has completely regressed. Remnants of the
tailgut or neuroenteric cord may be the origin of tailgut
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Figure 1 Abdominal computed tomography revealing an oval-shaped cyst with a
thickened wall in anterolateral to the rectum.

Figure 2 Microscopically, the cyst wall showing a variety of lining epithelia
including tall columnar or cuboidal (A), squamous (B), and transitional (C)
epithelium (HE, x 200), the underlying stroma showing a mild infiltrate of chronic
inflammatory cells, immunohistochemical staining showing negative prostate
specific antigen in the lining of epithelial cells (D) (PAP, x 200).

cystsB’“].

Tailgut cyst can affect at any age but predominantly
middle aged women. The female to male ratio is about 3:1.
Half of them are asymptomatic and are frequently found
on routine physical examination™”, Symptomatic patients
present with abdominal pain, rectal bleeding, and rectal
fullness'”. Complete surgical excision is necessary for accu-
rate diagnosis and treatment, and prevents complications
of the tailgut cyst, including infection, recurrence, and
malignant transformation', Tailgut cyst is usually a well-
circumscribed, soft, and multicystic or multilocated mass
with adherent surrounding fibroadipose tissue. The vary-
ing-sized cysts contain clear serous or translucent mucoid
fluids. Microscopically, the cysts are lined by a wide variety
of epithelia varying from cyst to cyst, or even within the
same cyst. Epithelia can be divided into the following
types, such as the stratified squamous type, transitional
and cuboidal type, stratified columnar type, ciliated pseu-
dostratified columnar and gastric type. In most cases the
cyst wall contains well-formed disorganized focal bundles
of bland smooth muscle cells™”,

Tailgut cyst occurs almost exclusively in the retrorectal
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or presacral space. Infrequently, the cysts extend from the
presacral space to involve the rectal wall and rarely extend
laterally from the mid-line or into the postsacral space or
lateral and anterior to the rectum'”, but occur rarely in the
perirenal area, the subcutaneous tissue in the anorectal
region and anterior to the rectum””. The prerectal loca-
tion of tailgut cyst was noted in our patient. To the best of
our knowledge, only three cases have been reported in the
English literature™'",

The main differential diagnoses of the prerectal tail-
gut cyst include the utricle cyst in the prostate, the rectal
duplication and the simple cyst in the seminal vesicle. The
prostatic utricle cyst, known as mullerian duct remnant, is
a midline cyst of the prostate and also occurs in the pre-
rectal or retrovesical area. Histologically, the cyst is lined
with stratified columnar or cuboidal epithelium and con-
tinuous with the utricular wall. Immunohistochemically,
the cyst lining epithelial cells show immunoreactivity for
PSA and the neuroendocrine cells show immunoreactivity
for chromogranin A"”. Duplication cyst is lined by epithe-
lium similar to that of the gastrointestinal and respiratory
tracts. The epithelium simulates normal mucosa of the
gut. The main distinctive feature is a well-formed muscular
wall overlying two layers of muscular bundles containing
a nerve plexus[z’al. The simple cyst in the seminal vesicle is
an unilocular cystic lesion located at lateral to the midline
in the retrovesical area. The cyst is lined with a cuboidal or
flattened epithelium with a fibrous wall of variable thick-
ness. Characteristically, the fluid within the cyst contains
sperm or sperm fragments'”

In conclusion, we report an unusual case of tailgut cyst
arising in prerectal and retrovesical area in a 14-year-old
boy. Although tailgut cyst arising in prerectal area is ex-
tremely rare, its possibility should be considered in differ-
ential diagnosis of a prerectal and retrovesical cystic mass.
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