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Vidya Gowdappa DODDAWAD * Ischiorectal fossa dermoid cysts are extremely rare clinical entities
presenting as indolent gluteal swellings.

CORRESPONDENCE e Ultrasound identified a well-defined cystic mass that mimicked a

Vidya G-Doddawad perianal abscess and was resolved through complete surgical excision.

* Histopathology confirmed a classic dermoid cyst lined by squamous
epithelium with abundant keratin debris.

* Early imaging and meticulous surgical resection are critical to avoid
recurrence, fistula formation, or malignant transformation.
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LETTER-TO-THE-EDITOR

A rare occurrence of giant dermoid cyst in the left ischiorectal fossa
in a 25-year-old female patient: a case report

Ocorréncia rara de um cisto dermoide gigante na fossa isquiorretal esquerda em uma paciente do sexo
feminino de 25 anos: relato de caso

C S VIDYA'! (@, Manas BABU! @, C S Sheela DEVI* @, Vidya Gowdappa DODDAWAD?

ABSTRACT

A dermoid cyst, also called a benign cystic teratoma, often presents as a midline mass in the trunk or sacrococcygeal region, and more commonly
in the skin of the face, forehead, and scalp. Although the ischiorectal fossa contains very few structures, a wide variety of pathological entities, such
as developmental cysts, epidermoid cysts, lipomas, neurofibromas, and tailgut cysts, have been reported. Dermoid cysts in the ischiorectal fossa are
rare, and very few cases have been reported in the scientific literature. This case report presents an uncommon presentation of a dermoid cyst in the
ischiorectal fossa in a 25-year-old female patient.

Keywords: Dermoid Cyst. Teratoma. Ultrasonography.
RESUMO

Um cisto dermoide, também chamado de teratoma cistico benigno, geralmente se apresenta como uma massa na linha média do tronco ou na regiio
sacrococcigea, e com mais frequéncia na pele do rosto, testa e couro cabeludo. Embora a fossa isquiorretal contenha poucas estruturas, uma ampla
variedade de entidades patoldgicas, como cistos de desenvolvimento, cistos epidermoides, lipomas, neurofibromas e grandes cistos caudais, jé foram
relatadas. Os cistos dermoides na fossa isquiorretal sdo raros, e muito poucos foram descritos na literatura cientifica. Este relato de caso apresenta uma

ocorréncia incomum de cisto dermoide na fossa isquiorretal em uma paciente do sexo feminino de 25 anos.

Palavras-chave: Cisto Dermoide. Teratoma. Ultrassonografia.

INTRODUCTION

The ischiorectal fossa, also called the ischioanal fossa, al-
though containing few structures, is surgically important be-
cause of its great tendency to become infected. It is important
to note that the ischiorectal fossae on either side communicate
with each other behind the anal canal; therefore, any infection
in one can readily spread to the other. Infection of this space
may occur from boils or abrasions of the perianal skin, lesions
within the rectum and anal canal, pelvic infection bursting
through the levator ani or, rarely, via the bloodstream”’.

Any mass in the ischiorectal fossa constitutes an eclec-
tic group of pathologic entities. Considering the number of
structures that make up this anatomical region, the variety of
tumors discovered inside it is remarkable. Dermoid cysts, syn-
onymous with benign cystic teratomas, are among the other
developmental cysts, which are said to be among the most
prevalent congenital abnormalities in the perirectal region®!'.
Although most of these developmental cysts are tailgut cysts,
approximately half of them are; the other common types in-
clude dermoid or epidermoid cysts, rectal duplication cysts,
and neurenteric cysts**.

Although various theories have been proposed regarding
the origin and development of these dermoid cysts, many au-
thors refer to dermoid cysts as being derived from totipotent

germ cells that can develop into almost any adult or fetal tis-
sue, such as bone, hair, teeth, or muscle; and they describe
well-organized tumors with well-differentiated ectodermal
and mesodermal derivatives surrounding endodermal compo-
nents. Dermoid cysts are uncommon, and those located in the
ischiorectal region have rarely been reported.

A case of an unusually large dermoid cyst in the ischiorec-
tal fossa in a young female patient is presented.

METHODS

A 25-year-old woman presented with discomfort and a
large swelling in the left gluteal region for one year. The swell-
ing was initially small and gradually enlarged without pain
or discharge. There was no fever associated with the swell-
ing. On examination, a non-tender, oval-shaped, soft swell-
ing measuring approximately 10 x 8 cm was found in the left
gluteal area. The skin over the swelling was stretched because
of its size but showed no signs of inflammation. During the
perirectal examination, a bulge was felt in the left lateral wall
of the anal canal and lower rectum.

Ultrasonography revealed a well-defined, thick-walled, en-
capsulated collection measuring 10.4x9x9.4 cm with homoge-
neous, low-level echoes, located in the left ischiorectal fossa.
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The collection extended laterally to the lower gluteal region
and was in contact with the left lateral wall of the anal canal.
No vascularity was observed. The underlying gluteal muscles
appeared normal, with no evidence of hypoechoic or fistulous
tracts. The right gluteal region and ischiorectal fossa were nor-
mal. Based on these findings, a diagnosis of a large perianal ab-
scess in the left ischiorectal fossa and gluteal region was made.

RESULTS

Surgical excision was planned, and the patient was placed
in the lithotomy position for the procedure. A radial incision
was made over the swelling such that the lower end of the inci-
sion was away from the external anal sphincter. The anal canal
and rectum were free from the mass, and a large cyst measuring
11x8x5.5 cm was excised in toto. The defect in the levator ani
was closed, and a drain was placed in situ. The postoperative
period was uneventful, and the patient recovered successfully.

The specimen was sent for histopathological examination
and was reported as a single grey-brown tissue mass measuring
11x8x5.5 cm (Figure 1), with the cut section showing abun-
dant grey-brown friable material.

Microscopy revealed that the cyst wall was lined by squa-
mous epithelium with underlying smooth muscle fibers and
fibroconnective tissue showing congested vessels (Figure 2a),
as well as abundant lamellated keratin (Figure 2b), confirming

Figure 1. Gross specimen of the excised giant dermoid cyst
from the left ischiorectal fossa, showing a well-encapsulated,
lobulated mass with a smooth external surface.

Figure 2. Hematoxylin and eosin-stained sections showing
the cyst wall formed by squamous epithelium and the cyst
lumen containing keratin (magnification: 40x).

the diagnosis of a dermoid cyst. Verhoeff-Van Gieson staining
was used to demonstrate the smooth muscle fibers (Figure 3).
The patient signed the Informed Consent for this publication.

DISCUSSION

The ischiorectal fossa is bounded medially by the levator
ani, laterally by the fascial layer of the obturator internus, pos-
teriorly by the lower border of the gluteus maximus and sacro-
tuberous ligament, and inferiorly by the skin of the perineum.
It is considered the largest of the pararectal spaces”'2.

Although teratomas have been found in midline or parax-
ial structures such as the mediastinum, retroperitoneum, and
other intracranial and intraspinal sites, most of them are found
in the sacrococcygeal region of infants, the ovaries of adoles-
cent females, and the testes of young males®. While definitive
studies on its incidence are lacking, a reported prevalence of
approximately 15.4-58.5% of skull and scalp masses in pedi-
atric population has been noted, with no such figures reported
for cysts seen in the adult population, as the majority of them
are diagnosed in early childhood before the age of five years™.

There are various theories pertaining to the exact mech-
anism of development of these dermoid cysts, but what is
known is that uncommitted germ cells are routinely seques-
tered in the yolk sac’s hindgut area, close to the allantois, by
the end of the third week of pregnancy. In the fourth and fifth
weeks of pregnancy, these germ cells travel into the embryo
by ameboid migration along the dorsal mesentery of the yolk
stalk, reaching the urogenital ridge. In the sixth week, the
germ cells mature into spermatogonia or oogonia.

The numerous anatomic sites observed with these mass-
es may be explained by the migratory ability of some of these
uncommitted cells, which may fail to reach the gonadal ridge,
become misplaced, or move abnormally. Ultimately, while
maintaining their pluripotent potential, these ectopic germ
cells may grow or differentiate into dermoid cysts, teratomas,
or any other type of germ cell neoplasia®.

Only a few cases have been reported in the literature, and
the documented cases are summarized in Table 1.

In the present case report, the patient presented with dis-
comfort and a large swelling in the left gluteal region for one
year. The swelling was initially small, gradually enlarged, and
was not associated with pain or discharge. There was no fe-
ver related to the swelling. In a previously reported case of a
retroperitoneal mass extending into the ischiorectal fossa in
a nulliparous woman, symptoms included mild pelvic pain,
pelvic pressure, hesitancy of micturition, and constipation®.
In another case, a 55-year-old man presented with severe right
buttock pain and fullness. On clinical examination, the overly-

Blood vessels

Figure 3. Verhoeff-Van Gieson-stained section showing
blood vessels (magnification: 40x).
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ing skin was inflamed, and severe pain prevented the patient
from sitting’.

As dermoid cysts can be found anywhere in the body, the
vast majority are found in the head and neck region, with the
major presenting complaint being a painless, slow-growing
mass or swelling, which can cause compressive symptoms that
prompt patients to seeck medical evaluation®.

The various differential diagnoses of ischiorectal masses
include developmental malformations, such as Gartner duct
cysts and tailgut cysts; inflammatory/infectious lesions, such
as genitourinary infections; hematomas; and neoplastic pro-
cesses, including angiomyxoma, lymphoma, liposarcoma,
and lipoma with fat necrosis®. In this particular case, it is
difficult to ascertain the exact mechanism of development

Table 1. Cases of dermoid cysts in the ischiorectal fossa recorded in the literature.

Age 9f the Clinical CT/MRI findings Ult.:ras'ound Hlsto‘pat'hol- Treatment
patient features findings ogy findings

A well-circumscribed right
_— A large, het-
ischiorectal fossa mass eroganeoUs
(8%6x11 cm) displaced the g Complete
mass that was .
rectum leftward. It had a oo surgical
. . mostly echo- Cavity lined ;
. . thin, smooth wall without ) resection was
Painful right L genic. Streaks by squamous
edema or osseous invasion. A o performed,
buttock and ) of posterior epithelium and .
Choudur . T1 images showed het- . ) . with no
] 55 Male | right buttock . acoustic shad- | filled with kera-
et al. erogeneous fat and debris; ) ) L recurrence or
fullness for owing were tin and hair, with o
STIR revealed homoge- : . complication
many months ) observed to fibro-adipose
neous fat suppression. A - . reported 24
originate from tissue.
dense, rounded fat core months after
. . the central ball
with low T1/T2 signals was of hyperecho surgery.
noted, without gadolinium );F:licit
enhancement. g 7
An oval, well-defined mass
) ) with fluid, soft tissue, and Cyst filled with
Mild pelvic L " . .
ain. pelvic lipid densities occupied hair and seba-
pain, p the left ischiorectal fossa, ceous material
pressure, i : : i
. displacing the uterus right- and lined by a
hesitancy of ) . s
. R ward and posteriorly. It thin dermis-like The tu-
Lukanovic micturition, .
. compressed the rectum and wall contain- mor was
and 24 Female | and constipa- . ) - .
" A . anus, contacting the internal ing sebaceous completely
Patrelli tion with a ,
. obturator laterally and glands and other excised.
bulging lower . .
) gluteal muscle posteriorly. skin adnexa;
gluteal region . : .
Measuring 10 cm cranio- no immature
on the left .
side caudally, it extended from elements were
the pelvis to subcutaneous present.
gluteal fat.
Gradual Stratified squa-
. Well-defined cystic lesion "
. swelling and . o mous epithe- Complete
Kapadiya : in the left ischiorectal fossa . ; : .
4 32 Female | discomfort, . I B lium, with no surgical exci-
et al. . . with no solid components : .
with no signs hair/teeth/bone sion
. . or enhancement
of infection elements
A well-defined,
thick-walled
collection
measuring 10.4
Presented g
o X9 x94cm .
with discom- . Surgical
was seen in the -
fort and a o excision was
. left ischiorectal The cyst wall
large swelling . ; planned, and
. fossa, beside was lined by
in the left the cyst was
) the anal canal, squamous S
gluteal region . o excised in
extending epithelium
Present for one year, . X toto. The
25 Female | .~ . - to the lower with underlying .
case initially small . postoperative
and eraduall gluteal region. | smooth muscle eriod was
gradualy It showed uni- | fibers and abun- | P
progressive, unevent-
; form low-level | dant lamellated
which was ) . ful, and the
. echoes, with no keratin. .
not associated . patient recov-
. ) vascularity. The
with any pain ered well.
. gluteal muscles
or discharge.
were normal,
and no fistulous
tracts were
detected.
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or even the most likely contributing factors for the develop-
ment of this lesion.

When it comes to space-occupying lesions in the ischio-
rectal fossa, the mainstay of the workup is radiological, with
ultrasound, X-ray, computed tomography (CT), or magnetic
resonance imaging (MRI) used to arrive at the various dif-
ferential diagnoses. In the present case, ultrasonography re-
vealed homogeneous, low-level thick echoes, which aided in
the diagnosis of a benign cystic lesion’. Distinctive histopath-
ological features are crucial for making a definitive diagno-
sis, thereby emphasizing that radiological examination alone
When observed
under a microscope, the key features of dermoid cysts are

cannot be used to establish the diagnosis.

well-circumscribed, encapsulated lesions lined by squamous
epithelium derived from the ectoderm and containing vari-
ous cutaneous appendages (such as sebaceous glands, sweat
glands, or hair follicles) and a cyst lumen containing keratin,
as seen in the present case, and sometimes sebaceous material
and occasionally hair'.

Additionally, abnormally high AFP, CEA, CA 19-9,
and CA 125 levels were observed in retroperitoneal tera-
tomas. Elevated serum markers are more common in pa-
tients with malignancy than in those with immature or
benign lesions’.

Surgical excision was performed in the present case to pre-
vent the benign lesion from progressing into a fistula or under-
going malignant transformation. Dermoid cysts occurring in
the ischiorectal fossa are extremely rare, and in this case, there
was no evidence of hair or bone within the cyst. In these cases,
along with ultrasound, MRI findings depict the extent of the
lesion, which helps guide surgical treatment®’. Owing to the
possibility of rupture, infection, and malignancy, a large der-
moid cyst, such as the one in the present case, needs to be
surgically excised.

CONCLUSIONS

This case highlights the rare presentation of a giant der-
moid cyst in the left ischiorectal fossa of a young female pa-
tient, emphasizing the importance of considering such un-
common lesions in the differential diagnosis of perineal and
pelvic masses. Early imaging and surgical excision are crucial
for accurate diagnosis, effective management, and prevention
of potential complications of this condition. To prevent injury
to adjacent structures, such as the bladder, urethra, rectum,
and anal canal, careful preoperative assessment and meticulous
dissection are essential, supported by a thorough understand-
ing of the complex anatomy of the ischiorectal fossa. This re-
port contributes to the limited literature on dermoid cysts in
this unusual anatomical location.

AUTHORS’ CONTRIBUTIONS

Vidya CS: Conceptualization, Methodology, Data analy-
sis, Writing — original article, Literature review. Babu M: Con-
ceptualization, Methodology, Data analysis, Writing — original
article. Devi CSS: Conceptualization, Investigation, Method-
ology. Doddawad VG: Conceptualization.

DATA AVAILABILITY

The datasets generated and/or analyzed during the current
study are available from the corresponding author upon rea-
sonable request.

RE FERENCES
Choudur HN, HunjanJS, Howey JM, DeNardi F. Unusual
presentation ofadermoid cystin theischiorectal fossa. Mag-
netic resonance imaging and ultrasound appearances. Skel-
etal Radiol. 2009;38(9):921-4. https://doi.org/10.1007/
$00256-009-0705-y.

2. Dahan H, Arrivé L, Wendum D, le Pointe HD,
Djouhri H, Tubiana JM. Retrorectal developmental
cysts in adults: clinical and radiologic-histopathologic
review, differential diagnosis, and treatment. Radio-
graphics. 2001;21(3):575-84. https://doi.org/10.1148/
radiographics.21.3.g01mal3575.

3.  GonsalvesSR,Lobo GJ,MendoncaN. Dermoid cyst:anun-
usuallocation. BM]J CaseRep.2013;2013:bcr2013200686.
hteps://doi.org/10.1136/bcr-2013-200686.

4. Kapadiya M, Nakrani H, Sushendra T, Thomas A. Giant
epidermal cyst involving ischiorectal fossa: Clinical images
with MRI demonstration. J Clin Images Med Case Rep
[Internet]. 2024 [cited 2026 Aug 6];5(10):3291. Available:
hteps://jcimer.org/articles/JCIMCR-V5-3291.html.

5. Llauger ], Palmer J, Pérez C, Monill ], Ribé J, Moreno A.
The normal and pathologic ischiorectal fossa at CT and
MR imaging. Radiographics. 1998;18(1):61-82; quiz 146.
hteps://doi.org/10.1148/radiographics.18.1.9460109.

6. Lukanovic A, Patrelli TS. Retroperitoneal mass with is-
chiorectal fossa extension: diagnosis, clinical features and
surgical approach. A literature review starting from a rare
clinical case of primary retroperitoneal dermoid cyst. Eur
J Gynaecol Oncol. 2010;31(6):709-13.

7. Micke O, Schafer U, Willich N. Persistent elevation of CA
19-9 levels in a patient with an extended retroperitoneal
dermoid. Anticancer Res. 1999;19(4A):2717-20.

8. Olsen MM, Raffensperger JG, Gonzalez-Crussi F, Luck
SR, Kaplan WE, Morgan ER. Endodermal sinus tumor:
a clinical and pathological correlation. J Pediatr Surg.
1982;17(6):832-40. https://doi.org/10.1016/s0022-
3468(82)80452-1.

9. O’Connell PR, McCaskie AW, Sayers RD, editors. Bailey
& Love’s short practice of surgery. 28th ed. Boca Raton:
CRC Press; 2023.

10. PriorA, AnaniaD Pacetti M, Secci F, Ravegnani M, Pavanello
M, etal. Dermoid and epidermoid cysts of scalp: case series of
234 consecutive patients. World Neurosurg. 2018;120:119-
24. https://doi.org/10.1016/j.wneu.2018.08.197.

11. Purysko AS, Coppa CP, Kalady ME Pai RK, Leio Filho
HM, Thupili CR, et al. Benign and malignant tumors
of the rectum and perirectal region. Abdom Imaging.
2014;39(4):824-52. https://doi.org/10.1007/s00261-
014-0119-8.

12. Standring S, editor. Gray’s anatomy: the anatomical basis
of clinical practice. 41st ed. Amsterdam: Elsevier; 2016.

5/5


http://creativecommons.org/licenses/by/4.0/
https://doi.org/10.1007/s00256-009-0705-y
https://doi.org/10.1007/s00256-009-0705-y
https://doi.org/10.1148/radiographics.21.3.g01ma13575
https://doi.org/10.1148/radiographics.21.3.g01ma13575
https://doi.org/10.1136/bcr-2013-200686
https://jcimcr.org/articles/JCIMCR-V5-3291.html
https://doi.org/10.1148/radiographics.18.1.9460109
https://doi.org/10.1016/s0022-3468(82)80452-1
https://doi.org/10.1016/s0022-3468(82)80452-1
https://doi.org/10.1016/j.wneu.2018.08.197
https://doi.org/10.1007/s00261-014-0119-8
https://doi.org/10.1007/s00261-014-0119-8

