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Tailgut cyst: a case report in a female neonate
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Tailgut cyst, or retrorectal cystic hamartoma, is a rare congenital lesion found in the

presacral space. The lesion has been infrequently reported in the literature. We report

a 16days female neonate presented with urine retention.
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Introduction

Tailgut cyst, or retrorectal cystic hamartoma, is an uncommon
lesion found in the presacral space. The lesion is believed to arise from
the embryonic postanal gut.! It is mostly found within the retrorectal
or presacral space® and rarely in the perirenal area.>*> the subcutaneous
tissue in the anorectal region® and more rarely in the prerectal location.
Microscopically, the tailgut cyst is characterized by the presence
of a cysts lined with varying types of epithelium; columnar, mucin
secreting epithelium predominates, while other areas of squamous
and transitional epithelium often coexist.” The differential diagnosis
of cystic masses in this space includes sacrococcygeal teratoma,
dermoid cysts and other complex ovarian masses, rectal duplication
cysts, anterior meningoceles, cystic lymphangiomas and abscesses.®’

There is an approximately 3:1 female preponderance of cases
reported.* Uncomplicated lesions are typically asymptomatic, and
patients usually come to medical attention when the cyst becomes
infected or when the lesion is incidentally discovered either
radiologically or during physical examination. Perineal pain, pain with
defecation, painless rectal bleeding, urinary frequency, and change in
stool caliber have been reported. A few rare cases of malignant change
associated with a tailgut cyst have been reported, but none in children
to our knowledge.*!*!! Few cases have been reported in children. The
largest series by Hjermstad et al.* at the Armed Forces Institute of
Pathology describes 53cases of the entity collected during a 35-year
period. Five cases demonstrating the CT and sonographic findings of
tailgut cysts were described by Johnson et al.'? at the Armed Forces
Institute of Pathology. There are only a handful of reports of the MR
findings of this entity in adults and only a few cases in the pediatric
population.'?

Case report

A 16days-old girl presented with acute attack of irritability and
failure to pass urine over 10hours. She was born at term by normal
vaginal delivery to a healthy mother and uneventful pregnancy and
was well in the first few days of life. Careful clinical evaluation
showed irritable neonate with moderately distended abdomen.

The patient underwent urinary catheterization to evacuate the
urinary bladder, after which, she got dramatic symptomatic relief
and a small palpable mass become readily palpable in the suprapubic
area arising from the pelvis. Complete laboratory workup including
haematolgical and biochemical tests were done and were within

the normal limits. Alfa fetoprotein was within normal limit as well.
The patient then sent to abdominal and pelvic ultrasonography that
showed a cystic lesion in the retrorectal space causing dilated urinary
bladder and rectum, but normal proximal urinary tract. MRI was
used to get more details and to exclude anterior sacral meningocele,
sacrococcygeal teratoma, tethered spinal cord, or other occult
abnormality. The lesion was a well-demarcated oval-shaped cyst
which was located at the presacral and causing marked extra luminal
pressure on both bladder neck and rectum and in turn resulted in a
proximal dilatation of both organs.

After an adequate preparation, the patient underwent explorative
laparotomy for the definite diagnosis and treatment. Intra-operative
finding (Figure 1) showed that the cyst was unilocular and tense with
marked thick wall dilated urinary bladder and rectum but was easily
separated from them and from the sacrum, complete excision was
performed via suprapubic transverse incision. Histopathologically,
the fibrous cyst wall was lined by a single layer of mesothelial cells
with smooth muscles and adipose tissue. Postoperatively, she got a
smooth recovery time. Urinary catheter was removed 2days later and
the patient was sent home on the 3™ postoperative day. The patient’s
recovery remained uneventful for 2years after the operation.

Figure | Intra-operative finding cyst.
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Discussion

The retrorectal or presacral space is a potential space bounded

by the rectum anteriorly and the sacrum and coccyx posteriorly. The
presacral space is a region of complex embryology, thus leading
to a wide range of potential pathologies including inflammatory,
neoplastic, and congenital solid and cystic masses. Many terms
exist in the surgical, pathological, and radiological literature to
describe these lesions in the presacral space that are believed to be
remnants of the post-anal gut, These terms include retrorectal cystic
hamartoma,'*'> myoepithelial hamartoma of the rectum,” and the
preferred term, tailgut cyst.* The first description of this lesion is
given to Middeldorpf,'® who in 1885 described a female infant with a
presacral tumor lined by epithelium.
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characterized by the presence of cystic lesion lined by various
types of epithelium. In order to render the diagnosis, Hjermstad et
al.* in their review required the presence of columnar or transitional
epithelium to exclude epidermoid or dermoid cysts (which contain
only squamous epithelium), and required the absence of myenteric
plexus and serosa to exclude bowel duplication cysts. The lesion has
been described in neonates as young as 4days, and in adults through
the eighth decade of life, with the average age of presentation in the
fourth decade.* Although a rare entity, tailgut cyst should be included
in the differential diagnosis of a presacral cystic mass.
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