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Abstract: We present a rare case of severe chronic hidradenitis suppurativa (HS) Hurley
(stage III) of the vulva complicated by disfiguring draining sinuses, multiple abscesses, and
multiple nodules which resulted in miscarriage as a result of ascending infection.
Keywords: hidradenitis suppurativa, miscarriage, abortion, infections

Introduction

Hidradenitis suppurativa (HS), also known as Verneuil’s disease, was first described
in 1854 by the French surgeon Aristide Verneuil.' In March 2009, at the second
international symposium organized by the HS Foundation, the disease was defined
as a chronic progressive, inflammatory, recurrent debilitating, skin follicular disease
that usually presents after puberty with painful deep-seated inflamed lesions in the
apocrine gland-bearing areas of the body, most commonly the axillary, inguinal, and
anogenital region.” Disease severity is generally assessed by the Hurley
classification.® Several studies have reported that HS is common in women, with
a global prevalence of 1-4%.* The prevalence of HS in the genital region in one
study is about 0.02%, with the armpit of the vulva and groin most frequently
affected.’

Severe long-standing HS with interconnected tracts and abscesses has been
associated with Crohn's disease, diabetes, obesity, history of smoking, and vulvar
cancer.®® A diagnosis of HS is made based on clinical pictures and the criteria
adopted by the HS Foundation in 2009.” The assessment using ultrasonography
scoring has been shown to be more sensitive, notably in the fistula.”

Treatment options vary based on the severity and degree of the disease ranging
from simple topical measures, systemic antibiotics, intralesional steroids, biological

agents, hormonal therapy, laser therapy, and surgical excision.'*"'

Case Report

We report the case of a 40-year old G6P5+0 with gestation of 16 weeks who
initially presented to our clinic in 2010 with abscess formation and multiple sinus
tract HS (Hurley stage I-II), involving mainly the vulvar area. Her disease would
flare up from time to time, more commonly during her pregnancy. Her only
associated comorbidity was obesity with a BMI of 33 kg/m”. Between 2010 and
2018 she was admitted to our hospital three times due to severe pain, itching,
multiple painful nodules, deep abscess formation, and sinus discharge. Topical
treatment along with clindamycin (1%) and rifampicin (600 mg/day each) given
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orally was continued for a period of 3 months. She had
previously responded well to the above regimens. In 2019,
she tried to conceive and during the second trimester of
her pregnancy the disease worsened even though she was
on the same regimen mentioned above. She came to hos-
pital with a 2-month history of severe pain, fever, severe
itching, and vaginal discharge.

Examination of the vulva showed a huge painful poly-
poidal lymphedematous mass measuring 20x10 cm in the
left vulva and 8x3 cm in the right vulva. Additionally,
there were foul odors from discharge from multiple
sinuses, deep abscesses, cellulitis of the groin, and pus
mixed with blood from vaginal discharge. The patient
was admitted to hospital and swab cultures were taken
from the abscesses, sinus discharge, and cervicovaginal
discharge. Anaerobic (Peptostreptococcus anaerobius),
and group B-streptococcal bacteria were isolated from
both vaginal and sinus discharge. The same organism
was found in amniotic fluid analysis, and both organisms
were sensitive to ciprofloxacin antibiotics. Routine blood
examination showed leukocytosis with leukocytes at
14.3x10°, with 34% neutrophils and 34% lymphocytes.
electrolytes
Serological (PCR) and immunological IgM and IgG did

Urea, creatinine, and were  normal.
not indicate any viral infection. Abdominal ultrasound was
normal, and the patient was diagnosed with HS (Hurley
stage IIT) with cervicovaginal infection.

Unfortunately, on the second day of her admission, the
patient went into late miscarriage due to ascending infection
from her disease. A multidisciplinary team comprising of an
infectious disease specialist, dermatologist, plastic surgeon,
and gynecologist were involved in the care of this patient.
The gross description of the placenta showed a yellow-
fluid.

A microscopic picture showed neutrophil infiltrate of mem-

green discoloration and cloudy amniotic
brane overlying chorionic plate, the amnion and upper
chorion are infiltrated with macrophage and neutrophil in
addition to vasculitis of chorionic plate with acute decidui-
tis. She was treated in hospital for 1 week with intravenous
ciprofloxacin (1000 mg/day) in addition to the previously
mentioned regimen. Her symptoms improved, and she was
discharged on the same medications and followed weekly
for 3 months thereafter. By her last visit her infection had
improved and she was advised to go for surgery. She sub-
sequently underwent surgery by a plastic surgeon to remove
the bulk of the offending tissue and wound closed primarily
(Figures 1 and 2). Post-operatively, the patient was treated

with both doxycycline orally (100 mg twice a day) and

topical clindamycin (1% twice a day) and followed until
complete resolution, which was achieved 9 months post-
operation.

Discussion

Our case highlights the rare consequences of HS, where
long standing disease superimposed on chronic inflamma-
tion of the vulva led to a miscarriage. To our knowledge,
this type of complication has never been reported before in
the literature. Infection of the vulva can present as complex
differential diagnoses to the treating doctors ranging from
superficial skin infection to life-threatening necrotizing
fasciitis.'® The subcutaneous anatomy of the vulva can
facilitate rapid spread to other tissues with significant mor-
bidity and mortality. Ineffective antibiotics or deferring
necessary surgical treatment of HS have proven to be costly
to the patient.!” Bacterial infection with Staphylococcus,
Escherichia coli, and Streptococcus is considered
a secondary event in the pathogenesis of HS.'® These
types of bacteria have previously been reported to cause

miscarriage in the field of obstetrics and gynecology.'®"’

Figure | Vulva showed a huge polypoidal mass measuring 20x|0cm in the left vulva
and 8x3cm in the right vulva.
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Figure 2 Postoperative picture showing primary closure of wound.

Furthermore, cervicovaginal infection has been signifi-
cantly associated with preterm and term premature rupture
of the membrane, miscarriage, and intrauterine death.?
These pathological processes clearly explain the mechan-
ism that led to our patient’s miscarriage.

Histopathology results showed only acute and chronic
inflammatory cells infiltrated the adnexal structures in the
dermis and no evidence of malignancy. Any biopsy taken
from long standing disease should always be investigated
for squamous cell cancer.>' HS is a chronic inflammatory
disease that may affect sexual and erectile dysfunction and
adversely affect quality-of-life,”* and this case emphasizes
the importance of recognizing HS in these areas to facilitate
better early treatment. Furthermore, a multidisciplinary
approach is recommended, especially in pregnant women,
to avoid the risk of ascending infection and possible mis-
carriage. Hurley stage II and III HS is better managed
surgically for complete eradication of disease.

Conclusion
Long standing HS of the vulva profoundly impairs
a patient’s quality-of-life, even in mild cases. Early

recognition and treatment of vulvar HS disease is essen-
tial. Surgical intervention for Hurly stage II and III dis-
ease, especially in the vulvar region, is necessary to avoid
serious such as and

complications miscarriage

malignancy.
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