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Abstract

In 1913, Lipschiitz's ulcers (acute genital ulcers nonsexually
related), also known as ulcus vulvae acutum, were originally
described by Dr. Benjamin Lipschitz. The etiology still needs
to be fully clarified, and in 70% of the cases, it is classified as
idiopathic. It is known that these ulcers have a predilection for the
labia minora but can also be present on the labia majora or in the
perineal region. Vulvar acute ulcers have been mainly associated
with viral infections, such as Epstein-Barr virus, cytomegalovirus,
influenza A and B, parvovirus B19, and adenovirus, among other
infectious agents. In the last couple of years, it has also been
associated with SARS-CoV-2 infection or vaccination against
SARS-CoV-2, suggesting that the pathogenesis is associated with
a related infection that triggers the humoral immune response.

Thecasereportliterature on Lipschitz'sacute vulvar ulceris scarce,
and therefore, the condition is considered to be underdiagnosed.
The aim of this article is to present a case of Lipschiitz's ulcer in
its miliary variant in a 10-year-old patient and analyze the clinical
features, underlying causes, diagnostic criteria, disease duration,
main differential diagnoses, and recommended treatment.

Conclusion: Lipschitz ulcer is a rare entity often underdiagnosed,
presenting as painful vulvar ulcers. Despite the few cases reported
in the literature, its acute course and spontaneous resolution
are well-established. The main differential diagnoses include
sexually transmitted infections and certain systemic diseases.
Misdiagnosis can lead to the unnecessary use of treatments and
poor treatment adherence.

Introduction

In1913,Lipschiitz'sulcers (acutegenitalulcersnonsexuallyrelated),
also known as ulcus vulvae acutum, were originally described by
the Jewish-Austrian dermatologist and microbiologist (virologist),
Dr. Benjamin Lipschiitz [1]. Later, in 1984, Portnoy et al. described
a relationship between these ulcers and Epstein-Barr virus [2].
However, other viral infections such as cytomegalovirus, influenza
A and B viruses, adenovirus, rubeola, COVID-19, Salmonella
paratyphi, Mycoplasma pneumoniae, and Borrelia burgdorferi have
also been associated with them [3]. These genital ulcers have an
acute onset, are characterized by being painful, and appear in the
pediatric and young women population, generally with no history
of sexual initiation. The diagnosis is made by exclusion [4-7].

The etiology still needs to be fully clarified. However, it is known
that these ulcers have a predilection for the labia minora and can
also be present on the labia majora or in the perineal region [5-71.
Typically, they present as a single deep ulcerated lesion that is
sharply demarcated, painful, and marked by fibrinous coatings or
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a greyish exudate [5,8]. Lipschiitz's ulcers mostly evolve favorably
and go into spontaneous remission [9].

The most accepted hypothesis regarding its pathogenesisis a type
3 hypersensitivity reaction. In the first phase, cytolysis of infected
cells occurs, followed by the deposition of immune complexes,
complement activation, recruitment of neutrophils, and other
cells of the immune system. This process leads to the formation
of microthrombi, which, in turn, produce deep, necrotizing, and
painful aphthous ulcers [10,11].

The case report literature on Lipschitz's acute vulvar ulcer is
limited; therefore, the condition is considered underdiagnosed
[12-14]. The aim of this article is to present a case of Lipschitz's
ulcer in its miliary variant in a 10-year-old patient and to discuss
the clinical characteristics and main differential diagnoses.
By improving the recognition of this type of ulcer, we can offer
timely diagnosis and treatment to patients, thus avoiding the
use of unnecessary treatments, poor adherence to them, and
unfavorable outcomes.

Case Presentation

A 10-year-old female patient presented to the emergency
department of our hospital with a 2-week history of fever, as
well as severe genital pain due to a superficial vulvar ulcer with a
necrotic border on the left labia majora, which had been present
for five days (Figure 1), along with a non-fetid yellow vaginal
discharge. The patient had sought care in different emergency
services in the previous days and had been treated with various

antibiotic and antiviral regimens, but there was no improvement
in the symptoms.

She had a medical history of Hepatitis A virus infection one
month prior to admission and multiple urinary tract infections.
Menarche occurred at nine years of age, with regular menstrual
cycles. She had not initiated her sexual life and denied previous
surgical intervention. On physical examination, a 1.5 cm diameter
ulcerative lesion was observed in the lower third of the left labia
majora (Figure 2) with irregular borders, an erythematous halo, the
fundus containing fibrinoid-like material extending to the vaginal
introitus. There was also the presence of a contralateral ulcer
with the same characteristics, exhibiting a symmetric appearance
known as the “kissing phenomenon.” These ulcers were painful on
palpation, and no palpable lymphadenopathy was detected.

At the time of the patient’'s admission to the hospital, a COVID-19
test was administered, yielding a negative result. The complete
blood count and blood chemistry were within normal parameters.
Acute phase reactants were measured, with the following results:
PCR 7.96 mg/dL, ESR 46 mm/h, and Procalcitonin 0.15 ng/mL.
General urinalysis and urine culture showed negative results. Anti-
Herpes Simplex Virus type 1 and 2 IgG and IgM antibodies and
a CMV test were requested and returned negative results. Anti-
Epstein Barr IgG antibodies were reactive with non-reactive IgM.
Bacteriological and sexually transmitted disease cultures of the
genital ulcer were negative, ruling out syphilis or HIV infections.

We established a diagnosis of Lipschitz's ulcer with all the
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Figure 1: Vulvar ulcer with necrotic center in the major left labia, painful, 5 days before

her admission.
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Figure 2: Lipschutz's ulcer, in the miliary variant, with a fibrinous center, erythematous

haloes with irregular edges, with a kissing or mirror pattern, at her admission to the
hospital.

Infact Publications LLC

Page 2



Clinical Case Reports Journal

ISSN: 2767-0007

collected information. It was decided to treat her with a topical
steroid, antibiotic ointment, and mild painkillers, as her systemic
inflammation was not severe. The ulcer gradually improved over
the next ten days, and she did not require further treatment.

Discussion

Ulcus vulvae acutum Lipschitz (UVAL) is a painful ulcer of
unknown etiology with an acute onset that primarily occurs in
nonsexually active adolescent females [6,14-16]. These ulcers
typically manifest with a prodromal phase of viral symptoms,
including fever, fatigue, and malaise, followed by single or multiple
vulvar ulcerations ranging from 0.1 cm to 2.5 cm in size [17].
According to Beiro-Felipe et al. (2012), Lipschitz's ulcers can
occur in two clinical variants, depending on their clinical course
and morphology: 1. Gangrenous: This is the most frequent
presentation and is characterized by hyperacute, deep ulcers with
a white-gray background that eventually disappear, leaving a scar.
It is prone to recurrence and is often associated with systemic
symptoms. 2. Miliary: These ulcers are fibrinous, superficial,
purulent, and small in size (approximately 1 cm). They are not
usually associated with systemic symptoms and typically heal
without sequelae or recurrence, as in the case we present here
[18].

Regarding the prevalence, it remains uncertain. There are few
case reports and case series reported in the literature. In a
systematic review, Vismara SA et al. (2020) suggested that
approximately one out of three patients presenting with an acute
onset of vulvar ulcers is related to Lipschiitz's vulvar ulceration
[19]. The etiology of Lipschiitz's ulcers remains unknown, and in
70% of cases, it is classified as idiopathic [4]. Vulvar acute ulcers
have been mainly associated with viral infections such as Epstein-
Barr virus, cytomegalovirus, influenza A and B viruses, parvovirus
B19, adenovirus, or infective agents such as Toxoplasma gondii,
Salmonella paratyphi, Ureaplasma, Mycoplasma pneumoniae,
Group A streptococcus, Borrelia burgdorferi, and Lyme disease
[3,4,9,10,21]. Inthe last couple of years, it has also been associated
with SARS-CoV-2 infection or vaccination against SARS-CoV-2,
but only if other more likely causes have been excluded [3,9,20].

Its clinical features form the basis for diagnosis, but it should
be made by exclusion [20-23]. The ulcers typically present with
hyperalgesia, well-defined edges, a necrotic, fibrinous, or purulent
base, a mirror-like vulvar distribution, and acute evolution. They
usually appear in the vestibule and labia minora. They can be
associated with regional lymphadenopathy, frequently preceded
by a flu-like syndrome, and tend to resolve in less than three
weeks [20]. It is also very important to consider that in the clinical
scenario of genital ulcers, always keep in mind that sexual abuse
should be ruled out [13].

In 2017, diagnostic criteria for Lipschitz ulcer were established,
with the exclusion of sexually transmitted infections. Both major
and minor diagnostic criteria must be considered, and all major

criteria and at least one minor criterion should be fulfilled (Table)
[4,10,24]. In our case, all the major and minor criteria were met,
venereal infections were ruled out, the necessary additional tests
were conducted to rule out differential diagnoses, and since the
clinical course was favorable, the diagnosis of Lipschiitz's acute
vulvar ulcer was justified.

Table: Major and minor criteria for the diagnosis of Lipschiitz's ulcers.

Major criteria Minor criteria

Acute development of the A well-delineated  necrotic

lesion. center within a painful ulcer.
Patient younger than 20-year- Lesion symmetry (kissing or
old. mirror pattern).

No history of sexual contact.
Absence of immunodeficiency.
Complete healing of the

genital ulcer in < 6 weeks.

Differential diagnoses of Lipschitz's ulcer include acute genital
ulcers with infectious or venereal origins (syphilis, herpes simplex
virus, Lymphogranuloma venereum, and chancroid), non-venereal
infectious origins (cytomegalovirus and Brucella), or non-infectious
origins (Behget's disease, Crohn's disease, Pemphigus vulgaris,
and drug eruption) [10]. Considering these ulcers typically resolve
in less than three weeks, the recommended treatment is based on
reassurance, local hygiene, wound care, and pain control as the
mainstay for managing this benign and self-remitting condition
[19,24]. Systemic corticosteroids are controversial, so they are
reserved for the most severe cases with significant inflammation
[25]. It is important to highlight that these lesions have been
associated with the subsequent development of autoimmune
diseases, such as Sjogren’'s syndrome; therefore, monitoring and
follow-up are recommended [4,24].

Conclusion

Lipschiitz's ulcer is a rare condition that is often underdiagnosed.
Despite the limited number of cases reported in the literature, its
acute course and spontaneous resolution are well-established.
Understanding the complementary tests and differential diagnosis
enables a better approach to the patient, offering the opportunity
for timely diagnosis and appropriate treatment. Misdiagnosis can
result in the unnecessary use of treatments and poor treatment
adherence.
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