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Abstract

Tailgut cysts are rare congenital developmental lesions located in the retrorectal
space that usually appear as asymptomatic lesions in middle-aged women, so they are
often misdiagnosed or found incidentally during evaluation for other conditions.
Complete surgical excision is the best therapeutic option for these tumours.

We describe the case of a 57-year-old female referred to our service due to
persistence of intergluteal cleft mass after excision of pilonidal sinus with as only
symptoms. CT of the pelvis with contrast, abdominal US and pelvic MRI revealed a well-
defined and homogeneous cystic mass in the presacral area that surrounds the coccyx
extending to retrococcygeal space compatible with tailgut cyst, that required complete
surgical. Final pathological diagnosis was retrorectal cystic hamartoma with no evidence
of malignancy. The patient was discharged 48 hours after surgery and nowadays, she
remains symptom free with no evidence of recurrence.

Keywords: Retrorectal mass; Retrorectal space; Tailgut cyst; Retrorectal cystic hamartoma;
Surgical management.

Purpose

Presentation of a rare case of retrorectal cystic hamartoma located in the retrorectal
region.

Case Report

We present a case of a 57-year-old female with a medical history of hypertension,
hepatitis C with associated arthritis, degenerative disc disease, fibromyalgia,
cholecystectomy, mammoplasty and excision of pilonidal sinus.

The patient was referred to our service due to persistence of intergluteal cleft mass
after excision of pilonidal sinus. Her symptoms have been present during the last months
and included swelling and local tenderness. No other symptoms were present.

Physical exam showed a subcutaneous mass at the coccygeal area with elastic
consistency and completely independent from the rectum. Laboratory studies were
unremarkable.

Contrast enhanced CT of the pelvis, abdominal US and pelvic MRI revealed a
9.6x5.8x2.4 c¢m well-defined and homogeneous cystic mass in the presacral area
surrounding the coccyx, and extending to retrococcygeal space.
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These findings were compatible with tailgut cyst as the
first option, so we decided undergo surgery, performing a
complete excision of the tumour with a posterior approach.

. . Figure 4. Surgical management
Figure 1. US image

The final pathological diagnosis was retrorectal cystic
hamartoma (tailgut cyst) with no evidence of malignancy.
Post-operative course was uneventful and the patient was
discharged 48 hours after surgery.

Figure 5. Specimen

Nowadays, our patient remains symptom-free with no
evidence of recurrent or residual disease.

Discussion

Retrorectal (or presacral) space is an anatomic area
between the posterior wall of the rectum and the anterior
surface of the sacrum, extending upwards to the peritoneal
reflection and downwards to the rectosacral fascia (Waldeyer).
The lateral boundaries are the endopelvic fascia (lateral
ligaments), ureters and iliac vessels [1].

Due to the presence of multiple embryologic remnants
and miscellany of tissue types within this area, this space can
develop a wide variety of benign and malignant conditions,
which most commonly present in the form of masses [2].

The tailgut cyst, also known as retrorectal cystic
hamartoma, is one of the rare congenital malformations
which may present in the presacral space. It is an uncommon
congenital developmental lesion arising from post-natal
primitive gut remnants [3, 4].

Figure 3. MRisagital
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They can present at any age, although they usually appear
between the ages of 30 and 60 with a strong predominance in
females (3:1) [5, 6].

The anatomical position and rarity of the lesion leads to
difficulty firstly in diagnosis (the lesion is often misdiagnosed)
and secondly in surgical management (the condition is often
sub-optimally managed) [7]. That is why pre-operative high-
resolution modern imaging techniques (pelvic computed
tomography (CT) or magnetic resonance imaging (MRI)) play
such a crucial role in differential diagnostics and planning the
surgical management of retrorectal lesions. Tomographic
imaging, with either computed tomography or MRI, has
become the standard for preoperative evaluation of retrorectal
tumours. In particular, MRI with an endorectal coil can provide
detailed images depicting the relationship of the tumour with
sacral nerve roots, coccyx, as well as musculature of the pelvic
floor, and also appears to be slightly more specific for
establishing the histology of the retrorectal tumor [8].

A diagnostic biopsy is not recommended due to the risk
of spillage of malignant cells or spread of infection into the
abdominal cavity [9]. Only in cases of unresectable lesions, or
in patients with significant comorbidity that precludes pelvic
surgery, may biopsies be performed for histological diagnosis
if required to indicate adjuvant or palliative therapy [10].

Nowadays, complete surgical resection remains the
cornerstone of treatment, and it should be undertaken by
surgeons with expertise in complex pelvic operations. Surgical
resection is the best therapeutic option once the diagnosis is
established, even in asymptomatic patients as there is
potential for growth or malignancy [10]. However, surgical
management may be challenging, not only technically but
also in determining the most appropriate approach. Three
different operative approaches are commonly used in the
resection of retrorectal tumours: abdominal, transsacral, and
combined abdominosacral. Approach depends on the nature
and location of the lesion [11]. Lesions that do not extend
below S4 can be resected transabdominally (anterior
approach); lower lesions can be resected transsacrally
(posterior approach); and larger lesions or those in an
intermediate position may require a combined abdominal
and sacral operation. The selection of approach is the key to
successful treatment and is determined by the nature
(morphology), localization, size of the retrorectal lesion and
its relationship with adjacent structures.

Therefore, to decide the best surgical approach, an
individual and multidisciplinary analysis must be carried out.

Conclusion

Primary tumours of the retrorectal space are very rare.
Due to their anatomical position and variable presentation
these lesions are often misdiagnosed or found incidentally
during evaluation for other conditions. Complications include
infection and malignant transformation that is the reason why
surgical treatment is always indicated. Complete surgical
resection with negative margins still remains the cornerstone
of surgical treatment, as this eliminates the potential of recurrence,
haemorrhage, infection, compression and malignant changes.
Surgical management should be tailored individually for each
patient, based on the advantages and disadvantages of each
surgical approach. Successful treatment of these lesions
requires extensive knowledge of pelvic anatomy and expertise
in pelvic surgery.
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