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Summary: Endometriosis is a common gynecological disease caused by the implantation of active endometrial cells outside the uterine
cavity. In most cases, endometriosis occurs in the pelvic area, such as the ovary, Douglas’ pouch, or uterine sacral ligament. Some rare cases of
extrapelvic endometriosis can also occur in the perineum, urinary system, gastrointestinal tract, nervous system, chest, subcutaneous tissue,
and skin. Endometriosis of the perineum is usually secondary to obstetric trauma, such as perineal laceration or episiotomy. To date, few cases
of spontaneous perineal endometriosis have been reported. Herein, we report a rare case of spontaneous deep perineal endometriosis. Notably,
the patient had typical symptoms of regular pain during menstruation with no history of delivery or perineal trauma. The patient recovered well
after postoperative gonadotropin releasing hormone agonist injection.
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Souhrn: Endometriéza je bézné gynekologické onemocnéni zptsobené usazenim aktivnich bunék endometria vné délozni dutiny. Ve vétsiné
piipadl se endometridza vyskytuje v panvi, tedy v oblasti vaje¢nik(i, Douglasova prostoru nebo uterosakralniho vazu. Ve vzacnych pfipadech
muZze mimopanevni endometridza vzniknout v perineu, mocovych cestach, gastrointestinalnim traktu, nervovém systému, hrudniku, podkozi
a kdzi. Endometridza perinea obyvkle vznika sekundarné po poranéni pii porodu, napf. pfi laceraci perinea nebo episiotomii. Dosud bylo
zaznamenano jen malo piipadl spontanni endometridzy perinea. V tomto ¢lanku popisujeme vzacny pfipad spontanni hluboké endometridzy
perinea. Pozoruhodné je, Ze pacientka méla typické symptomy v podobé pravidelné bolesti pfi menstruaci, a to bez porodu nebo poranéni

perinea v anamnéze. Po pooperacnim podéni injekce agonisty hormonu uvolfujiciho gonadotropin se pacientka pIné uzdravila.
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Introduction

Endometriosis refers to the presence of
endometrial tissue in locations other
than the uterine cavity [1]. It is a rela-
tively common disease among women
of reproductive age, with an incidence
rate of 10-25% [2]. However, extrapelvic
endometriosis is relatively rare, thereby
accounting for 12% of all endometrio-
sis cases, and perineal endometriosis is
even rarer, with an incidence of only 0.3—-
1% [3]. The first case of perineal endome-
triosis was reported in 1923; however,
since then, there has been limited liter-
ature in this area. Perineal endometriosis
usually occurs in women with a history

of obstetric laceration or episiotomy. The
pathogenesis of endometriosis is un-
clear. However, the most commonly ac-
cepted theory of perineal endometrio-
sis is the implantation theory, in which
endometrial cells are implanted directly
into the perineum from the uterine cav-
ity due to surgery or other trauma [4].
At present, case reports of perineal en-
dometriosis are mostly a result of per-
ineal trauma. In this report, we describe
a rare case of non-traumatic perineal en-
dometriosis. The patient had no history
of childbirth or perineal trauma, and the
pathogenesis could not be explained by
the implantation theory.

Case Presentation

A 25-year-old nulliparous woman pre-
sented with vaginal pain that was ag-
gravated during her menstrual period.
Physical examination revealed a 1.5-cm
painless, solid tubercle, which was pal-
pated in the deep subcutaneous region
of the left inferior ramus of the pubis.
She had no history of childbirth, perineal
trauma, or dysmenorrhea.

After admission, an ultrasound
showed a weak echo with a range of
2.8 x 1.1 X 2.0cm in the subcutaneous
muscle layer of the left perineum, which
had an unclear boundary, irregular
shape, and no obvious blood flow sig-
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Fig. 1. Ultrasonic image of the nodule.
Obr. 1. Ultrazvukovy obraz uzliny.

nal detected (Fig. 1). Left perineal mus-
cle layer endometriosis was consid-
ered in the ultrasound diagnosis. Serum
cancer antigen 125 (CA125) level was
27.2U/mL.

The patient underwent perineal mass
resection. During the operation, a solid
nodule was observed in approximately
1.5cm deep subcutis of the left infe-
rior ramus of the pubis (Fig. 2); this was
closely related to the pubis and pene-
trated the pelvic diaphragm to the lateral
rectal space. The mass was approximately
1 X3 x2cminsize, and hard yellow tissue
was observed within the mass (Fig. 3, 4).

Intraoperative frozen pathology re-
sults showed that the mass was endo-
metriotic tissue. The pathological diag-
nosis of postoperative frozen paraf-
fin was also endometriosis (Fig. 5). The

Fig. 3. General image of the nodule.
Obr. 3. Obecny obraz uzliny.

Fig. 2. The solid nodule is located approximately 1.5 cm deep in the subcutis

of the left inferior ramus of the pubis.

Obr. 2. Pevnd uzlina se nachazi v asi 1,5 cm hlubokém podkozi levého dolniho

ramene stydké kosti.

patient was discharged on postopera-
tive day four, and was administered go-
nadotropin releasing hormone agonist
(GnRH-a) after the operation. At present,
the perineal wound has recovered well
after four injections of GnRH-a eight
months after the operation.

Discussion

According to literature, perineal endo-
metriosis mainly occurs after perineal
trauma, usually resulting from a per-
ineal tear or episiotomy during vagi-
nal delivery. Generally, it is considered
that the pathogenesis of endometrio-

\

Fig. 4. Cutaway image of the nodule.
Obr. 4. Vytezovy obraz uzliny.
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sis is related with endometrium implan-
tation, coelomic metaplasia, lymphatic
metastasis, and vascular metastasis. Be-
cause perineal endometriosis is mostly
secondary, a primary explanation for
the etiology of perineal endometrio-
sis is direct endometriotic implantation
in most cases. However, there are few
case reports on primary perineal endo-
metriosis [5]. The most likely pathogen-
esis of this type of endometriosis is lym-
phatic vascular metastasis. Additionally,
multiple factors, such as immune, ge-
netic, and familial factors may be as-
sociated with the disease pathogen-
esis [6]. Perineal endometriosis with
a history of perineal trauma often pre-
sents as a tender nodule or mass at the
perineal lesion, and progressive and cy-
clic perineal pain; however, primary per-
ineal endometriosis is more difficult to
diagnose and requires a more detailed
medical and surgical history, as well as
a thorough examination.

When it comes to diagnosing perineal
endometriosis, we should first perform
a detailed gynecological physical exami-
nation. Some medical examination such
as ultrasonography, magnetic resonance
imaging (MRI), tissue biopsy, and some
laboratory indicators are also very im-
portant for diagnosis. Ultrasonography
is the most commonly used and pre-
ferred adjuvant examination. It can ac-
curately describe the location and size
of the mass in perineal endometriosis.
If anal sphincter involvement is consid-
ered, endoanal ultrasonography should
be performed to determine the extent
of a procedure and need for sphincter-
oplasty [7]. Pelvic MRI has more advan-
tages than other auxiliary examinations,
such as ultrasonography, in detecting
deep and small masses. Histological ex-
amination is the most certain test for
a definite diagnosis. The significance of
serum CA125 level in the diagnosis of
perineal endometriosis is unclear.

Treatment methods for perineal endo-
metriosis includes surgical excision and
drug therapy. Complete surgical resec-

Fig. 5. Histopathological image of the nodule.
Obr. 5. Histopatologicky obraz uzliny.

tion of the lesion is the primary treat-
ment, and adjuvant treatment with hor-
monal suppressors, such as GnRH-o. or
oral contraceptives, can reduce the risk
of recurrence.

Spontaneous perineal endometriosis
is a rare condition. Only a dozen cases
have been reported to date, and there
are fewer than 10 cases of primary per-
ineal endometriosis. In 2021, Scioscia
et al. reported a rare case of primary
vulvar endometriosis in a 27-years-old
woman. Her lesion was reported in the
right mons pubis. An ultrasound-guided
percutaneous biopsy was performed,
and histological examination confirmed
perineal endometriosis [8]. A case of per-
ineal endometriosis without perineal
trauma between the left labium major
and labium minor was reported by
Hamdi et al.in 2015. A firm painless mass
was observed in a 23-year-old woman
without perineal trauma or sexual inter-
course [9]. In 2005, Fulciniti et al. made
a retrospective study of 10 cases of cu-
taneous endometriosis and found one
case of primary vulvar endometriosis in
a 34-years-old woman [10]. Similarly, in

2020, Yu Liu et al. reported a 27-year-old
patient with primary endometriosis in
a retrospective study of 35 patients with
perineal endometriosis [4]. In 2004, Su
et al. reported the youngest case of pri-
mary vulvar endometriosis in a 15-year-
-old patient [11]. In these patients re-
ported in the literature, no recurrences
were observed. However, a special case
of vulvoperineal endometriosis was re-
ported by Grimstad et al. in 2015. A le-
sion appeared in her right periclitora,
and recurred six years after it was surgi-
cally removed [12].

Conclusion

Primary perineal endometriosis is rare
and unique. Based on the existing litera-
ture, the clinical presentation of primary
perineal endometriosis is usually a mass
with cyclic perineal pain. Ultrasonogra-
phy and MRI can be used to assist in the
diagnosis, and histological biopsy is the
definitive criterion for diagnosis. At pre-
sent, there are no definite guidelines for
the diagnosis and treatment of perineal
endometriosis, but the commonly used
treatment is surgical treatment of per-
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ineal lesions, with or without drug ther-
apy. Most patients have a good prog-
nosis and do not experience recurrence
after surgery. Here, we reported a case
of primary perineal endometriosis. After
surgical resection of the lesion and four
injections of GnRH-a, the patient recov-
ered well without recurrence of follow-up
so far.

Reference

1. Matalliotakis M, Matalliotaki C, Zervou MI
et al. Abdominal and perineal scar endometrio-
sis: retrospective study on 40 cases. Eur J Obstet
Gynecol Reprod Biol 2020; 252: 225-227. doi:
10.1016/j.ejogrb.2020.06.054.

2. Vellido-Cotelo R, Mufioz-Gonzalez JL, Oliver-
-Pérez MR et al. Endometriosis node in gy-
necologic scars: a study of 17 patients and the
diagnostic considerations in clinical experience
in tertiary care center. BMC Womens Health
2015; 15: 13. doi: 10.1186/512905-015-0170-9.
3. Dokuzeylul Gilingor N, Gurblz T, Demir MK
et al. Endometriosis in an episiotomy scar: case
report. TIRMS 2018; 2(1): 30-34.

4. Liu Y, Pi R, Luo H et al. Characteristics and
long-term outcomes of perineal endometrio-
sis: a retrospective study. Medicine 2020; 99(23):
€20638. doi: 10.1097/MD.0000000000020638.
5. Vercellini P, Vigano P, Somigliana E et al. Endo-
metriosis: pathogenesis and treatment. Nat Rev
Endocrinol 2014; 10(5): 261-275. doi: 10.1038/
nrendo.2013.255.

6. Li J, Shi Y, Zhou C et al. Diagnosis and treat-
ment of perineal endometriosis: review of
17 cases. Arch Gynecol Obstet 2015; 292:
1295-1299. doi: 10.1007/500404-015-3756-4.
7.Toyonaga T, Matsushima M, Tanaka Y et al. En-
doanal ultrasonography in the diagnosis and op-
erative management of perianal endometriosis:
report of two cases. Tech Coloproctol 2006; 10(4):
357-360. doi: 10.1007/510151-006-0309-7.

8. Scioscia M, Noventa M, Desgro M et al.
A rare case of primary vulvar endometrio-
sis: case report and review of the literature.
J Obstet Gynaecol 2022; 42(2): 354-356. doi:
10.1080/01443615.2021.1907559.

9. Hamdi A, Gharsa A, Jaziri D et al. Perineal en-
dometriosis without perineal trauma: a case re-
port. J Clin Exp Dermatol Res 2015; 6(4): 293. doi:
10.4172/2155-9554.10000293.

10. Fulciniti F, Caleo A, Lepore M et al. Fine nee-
dle cytology of endometriosis: experience with

10 cases. Acta Cytol 2005; 49(5): 495-499. doi:
10.1159/000326194.

11. Su HY, Chen WH, Chen CH. Extra-pelvic en-
dometriosis presenting as a vulvar mass in
a teenage girl. Int J Gynaecol Obstet 2004; 87(3):
252-253. doi: 10.1016/j.ijgo.2004.08.012.

12. Grimstad FW, Carey E. Periclitoral endo-
metriosis: the dilemma of a chronic disease in-
vading a rare location. J Minim Invasive Gy-
necol 2015; 22(4): 684-686. doi: 10.1016/
jjmig.2015.02.002.

Submitted/Doruceno: 30.7. 2023
Accepted/Prijato: 1. 9. 2023

Ping Wang, MD

Department of Obstetrics and Gynecology
West China Second University Hospital
Sichuan University

No. 20, Section 3

South Renmin Road

Chengdu, Sichuan Province

China

huaxiwangping65@qgq.com

Publication ethics: The Editorial Board declares that the manuscript met the ICMJE uniform requirements for biomedical papers.

Publikacni etika: Redak¢ni rada potvrzuje, Ze rukopis prace splnil ICMJE kritéria pro publikace zasilané do biomedicinskych ¢asopisu.

Conflict of interests: The authors declare they have no potential conflicts of interest concerning the drugs, products or services used in the study.

Konflikt zajmu: Autofi deklaruji, Ze v souvislosti s predmétem studie/prace nemaji zadny konflikt zajma.

Ceska Gynekol 2024; 89(1): 40-43

43




