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Precoccygeal epidermal inclusion cyst
presenting as coccygodynia

Jaiswal A, Shetty A P, Rajasekaran S

ABSTRACT

Although there are numerous aetiologies for
coccygodynia described in the medical literature,
precoccygeal epidermal inclusion cyst presenting
as a coccygodynia has not been reported. We
report a 30-year-old woman with intractable
coccygodynia. Magnetic resonance imaging
showed a circumscribed precoccygeal cysticlesion.
The removed cyst was pearly-white in appearance
and contained cheesy material. Histological
evaluation established the diagnosis of epidermal
inclusion cyst with mild nonspecific inflammation.
The patient became asymptomatic and remained
so at two years follow-up. This report suggests
that precoccygeal epidermal inclusion cyst should
be considered as one of the differential diagnosis
of coccygodynia. Our experience suggests that
patients with intractable coccygodynia should
have a magnetic resonance imaging to rule out
treatable causes of coccygodynia.
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INTRODUCTION

Intractable coccygodynia is frequently-labelled as
being idiopathic or post-traumatic,'® but various
other aetiologies“'¥ of coccygodynia have been
described, usually in the form of sporadic individual
case reports. We report a previously-undescribed case
of precoccygeal epidermal inclusion cyst as cause
of coccygodynia, which stresses the importance of
advanced investigations for confirmation of diagnosis.
A thorough literature review was done to evaluate the

various aetiologies of coccygodynia.

CASE REPORT

A 30-year-old nulliparous female patient presented
with severe pain in the coccygeal region of five years’
duration. The pain was insidious from onset without
any antecedent trauma, localised, initially intermittent
but continuous for the last two months. Sitting and
reclining backwards aggravated the pain. There was
no radiation, neurological symptoms, constitutional

symptoms, difficulty in defaecation or micturition.

Fig. I (a) Sagittal and (b) axial T1-W MR images taken at the level
of the coccyx show a 1.5 cm isointense precoccygeal cystic lesion
with well-circumscribed margins.

She had undergone conservative treatment in the form
of rest, doughnut ring, local heat, and avoidance of
direct pressure over the area, with only partial relief.
Physical examination revealed normal overlying
skin and marked tenderness over the coccyx on deep
pressure. Rectal examination revealed an extra luminal
retrorectal tender swelling. Radiographs showed
type 1 morphology (Postacchini and Massobrio®) of
coccyx without any evidence of fracture or erosion.
There was no instability in the form of subluxation or
hypermobility inlateral dynamic views. Haematological
investigations including erythrocyte sedimentation
rate and C-reactive protein were noncontributory.
Magnetic resonance (MR) imaging showed a 1.5 cm
precoccygeal cystic lesion with a well-circumscribed
margin. The contents of the cyst appeared isointense
on T1- and hypointense on T2-weighted images (Figs.

1 &2).
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Fig.2 (a) Sagittal and (b) axial T2-W MR images taken at the level
of the coccyx show a 1.5 cm hypointense precoccygeal cystic
lesion with well-circumscribed margins.

Resection of the coccyx and cyst was done with the
patient in prone position, using a posterior longitudinal
midline incision, careful subperiosteal dissection,
coccygectomy and meticulous extirpation of the cyst.
The cyst was pearly white in appearance and contained
cheesy material. The histological sections of the biopsy
demonstrated keratinaecious debris circumscribed by
stratified squamous epithelium (Fig. 3). There was no
evidence of malignancy. There was a mild, nonspecific
chronic inflammation in the cyst wall. There were no
granulomata. The histological diagnosis was epidermal
inclusion cyst. The patient was completely relieved of
symptoms and continued to be asymptomatic at two
years follow-up.

DISCUSSION

Coccygodynia is a common entity seen in orthopaedic
and spine clinics. The term, coccygodynia, was coined
by Simpson in 1861 for painful coccyx."> Though it is
often being referred to as a disease, it actually describes
a symptom. Intractable coccygodynia can be a very
debilitating disorder. Although mostly labelled as

idiopathic or post-traumatic in origin, various unusual
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Fig. 3 Photomicrograph of the resected specimen shows
keratinaecious debris circumscribed by stratified squamous
epithelium with mild nonspecific chronic inflammation in the
cyst wall and without any evidence of malignancy. Histological
diagnosis is epidermal inclusion cyst (Haematoxylin & eosin, X
100).

pathological conditions have been described as a cause
for coccygodynia.*!® TInitially thought to be neurotic
disorder, it is now known that there is not much
difference in psychological profiles of symptomatic and
asymptomatic people.® Other suggested aetiologies®
of idiopathic coccygodynia are spasm of the muscles
of the pelvic floor,"® anomalies of the soft tissues
in the mid-sacral region, chronic inflammation of an
adventitious coccygeal bursa, and arachnoiditis of the
lower sacral nerve roots. Morphological abnormality
of the coccyx, including increased intercoccygeal
angle,"? spicule,? retroversion,'” and scoliosis,®
may be possible causes of idiopathic coccygodynia.
Initially, it was thought that even lumbosacral disc
prolapse can present as coccygodynia.'” However,
the fact that a substantial number of patients showing
successful outcomes with treatment localised to the
coccyx refutes the theory of discogenic origin of
pain.®

Since coccygeal pain often develops after a
local injury, it has been most frequently attributed
to causes involving trauma. Antecedent trauma due
to falls or difficult vaginal delivery can directly
injure sacrococcygeal synchondrosis. Furthermore,
obesity decreases pelvic rotation when the patient
sits, henceforth puts the coccyx at a greater risk for
luxation, which is a typical post-traumatic lesion.®
Instability of the coccyx can be judged radiologically as
hypermobility or intermittent subluxation on dynamic
sitting views via the method suggested by Maigne and
Tamalet."® Radiologically-demonstrable instability of
the coccyx forms the group which has the maximum
chance of recovery after surgery.?

Some rare, though well-described, pathological
conditions which can present as coccygodynia include
recent fracture (post-traumatic or intrapartum®V),
dislocation,®® tumours of the sacrum and coccyx

(haemangioma,® carcinoid,”®), glomus tumours of the
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pericoccygeal tissue,® lumbosacral intradural tumours
(schwannoma,” ependydoma,®  arachnoid cysts?”),

perineural cyst,'” intraosseous lipoma,'" infectious
diseases (tuberculosis'?), anal duct/gland cyst,"® and
avascular necrosis of the coccyx.'” Glomus tumour as a
cause of coccygodynia has been questioned as they mostly
represent normal coccygeal bodies (non-pathological
organelle glomus coccygeum).®» Immunohistochemical
demonstration of the smooth muscle actin and neuron-
specific enolase in glomus cells may be beneficial for
accurate identification of this organelle.®¥

In our case, MR imaging revealed a precoccygeal
cystic lesion, and the histopathological diagnosis was
epidermal inclusion cyst. An epidermal inclusion
cyst can be described as a dermal cystic enclosure of
keratinising squamous epithelium that is filled with
keratin. Pathogenetically, an epidermal cyst may be
secondary to congenital development or iatrogenic
implantation. Our case appears to be of the congenital
variety, in the absence of any antecedent trauma
or local injections. Epidermal cyst in this region is
an extremely rare condition. Clinically, these cysts
manifestas painless, slow-growing, well-circumscribed
swellings and may occur at any time from adolescence
to adult life,® but they may become inflamed or
secondarily infected, resulting in pain and tenderness.
The epidermal cysts are generally characterised on
MR imaging by variability of signal intensity between
different cases, and at times between the different
parts of the same cysts.?® Other features include the
absence of the oedema in surrounding tissues, fairly
well-defined limits and peripheral enhancement
on gadolinium injection. The disparity in signal
intensity is most likely related to the chemical state of
cholesterol, or the relative composition of cholesterol
and keratin makes the preoperative diagnosis difficult.
Malignancy must be ruled out. Rarely, malignancies,
including basal cell carcinoma, Bowen’s disease,
squamous cell carcinoma, and even mycosis fungoides,
have developed in epidermal cysts.??

A variety of treatment modalities have been
described for coccygodynia. As with any clinical
condition, a correct diagnosis is most vital in
treatment. This report suggests that precoccygeal
epidermal inclusion cyst should be considered as one
of the differential diagnosis of coccygodynia, besides
other possible aetiologies of coccygodynia mentioned
in the literature. A high level of suspicion is warranted
before embarking on surgical treatment of intractable
coccygodynia. It is suggested that the clinician
rules out all possible aetiologies for successful
treatment of intractable coccygodynia through further

investigations, preferably using MR imaging.
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