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Introduction

Lichen planus (LP) is a chronic inflammatory and immune
mediated disease that affects the skin, nails, hair, and mucous
membranes. LP can involve the skin or mucous membranes
including the oral, vulvovaginal, oesophageal, laryngeal, and
conjunctival mucosa. Cutaneous Lichen planus (CLP) most
commonly involves the flexor surfaces of the extremities and
presents as small itchy violaceous papules in middle-aged
adults [1].

Mucosal involvement is usually characterized by oral
mucosal lesions and involvement of other mucosal surfaces
such as vulvovaginal region is rare and may also be challenging
to manage. Based on the clinical presentation of the lesions,
Oral LP is classified into six clinical subtypes. The presence of
erosive LP of the vulva and vagina with desquamative gingivitis
(DG) has been described as VVGS or Hewitt-Pelisse Syndrome
and there are only a few case reports regarding this rare
syndrome in the literature [2]. In 1937, Guogerot and Burnier
described the coexistence of oral, cervical, and stomach LP
lesions with no cutaneous involvement as “plurimucosal LP”, In
1982, Pelisse and colleagues reintroduced a similar variant of
mucosal LP as VVGS with erosive lesions involving the oral and
vulvovaginal mucosa [1,2]. It is considered as a clinical triad of
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Abstract - Lichen planus (LP) is a chronic autoimmune relapsing mucocutaneous disease that significantly affects
the patient’s quality of life (QoL) and is associated with several etiological factors. Vulvo-vaginal gingival syndrome
(VVGS) is characterized as a clinical triad of gingival, vaginal and vulval LP. In previous literature, it has been
described as a distinctive pattern of erosive plurimucosal LP. This condition if progressed can lead to multiple
complications such as urethral and vaginal stenosis. This case report highlights the management of VVGS using a
multidisciplinary strategy that includes dermatological consultation, oral hygiene maintenance, topical steroid
application using custom-made trays and photodynamic therapy.

vulval, vaginal, and gingival lichen planus (LP) and can have
significant negative impact on QoL ultimately leading to
complications like urethral and vaginal stenosis [3].

The worsening of mucosal lesions could impact on regional
functions such as opening of the mouth, dysurea, dyspareunia,
postcoital bleeding and increased risk of malignant change in
long time duration.

Though the working diagnosis can be easily made based
upon the clinical presentation of the lesions, final diagnosis
can be confirmed with histopathological examination. Several
antigen-specific and nonspecific inflammatory pathways have
been proposed to explain the pathogenesis. In nature, CD8+ T
lymphocytes promote the death of oral epithelial cells at the
basal layer, involving keratinocyte antigen expression and
antigen unmasking in the disease mechanism [4].

Systemic and local corticosteroids, LASER therapy, surgery,
and other treatments are available for these lesions [5].
Corticosteroids, on the other hand, have been linked to
candidiasis, mucosal atrophy, stomach issues, hypertension,
adrenal insufficiency, and diabetes over long periods of time
[6]. Photodynamic therapy (PDT) can alleviate many of the
clinical effects that have not yet been discovered. PDT is a
clinically successful therapeutic modality for OLP and can also
be used as an alternative management strategy for VVGS [7].
Cellular degradation, membrane lysis, and protein inactivation
are the primary effects of PDT. The effectiveness of PDT depends
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Fig. 1. (A-C) Intraoral pictures at first visit [preoperative] of the patient representing the erythematous areas in relation to maxillary and
mandibular gingival region and erythematous areas intermingled with reticular pattern in relation to right buccal mucosa.

on the type of photosensitizer (PS) used. The type of PS used or
the impact of confounding factors like the location of the
lesion, the wavelength, or the duration of the irradiation on
therapeutic responses have not been clarified even though
numerous studies have examined the effectiveness of PDT.
Additionally, it is unclear whether methylene blue (MB) is
effective in the management of these lesions [7]. Surgery is
usually reserved for the removal of high-risk dysplastic regions
[6]. Reticular type of OLP has a better prognosis when
compared to erosive and atrophic variants [8]. This paper
reports a case of oral lichen planus with cutaneous and vaginal
involvement representing VVGS treated with the multimodal
management approach.

Case report

A female patient aged 51 years, reported to the
outpatient department of Oral Medicine and Radiology with
the chief complaint of pain and burning sensation while
eating hot and spicy food in her mouth for the past 6 months.
She was consuming fish oil and multivitamins for the past
few years with no relevant medical history. She also gave
history of hair dye application once in four to five months.
Visual Analogue Scale (VAS) score of 9 for pain and 6 for
burning sensation was given by the patient. The Hospital
Anxiety and Depression Scale was calculated as 4 indicating
the normal score.

Extraoral examination revealed presence of small itchy
violaceous papules on lower extremities and genital areas.
Intraoral examination revealed generalised erythematous and
oedematous areas on marginal, attached and interdental
gingiva (Fig. 1). Also, multiple irregular white striae
intermingled with the erythematous areas were seen on right
and left buccal mucosa representing the classic sign of OLP,
i.e.., Wickham'’s striae. The lesion was tender on palpation and
non-scrapable. Based on the oral findings, a provisional
diagnosis of Oral Lichen Planus (Atrophic or Erythematous
type) on right and left buccal mucosa with desquamative
gingivitis (DG) was given. A differential diagnosis of atrophic
candidiasis and pemphigus vulgaris was given. The patient was
referred for dermatological consultation for the review of
cutaneous lesions where a provisional diagnosis of VVGS was
given. Patient was advised to undergo routine blood
investigations, exfoliative cytology and oral incisional biopsy
for confirmatory diagnosis.

Blood investigations revealed the values within the normal
range and exfoliative cytology was negative for oral candidia-
sis. Oral punch biopsy revealed the histopathological findings
as atrophic hyper-parakeratotic stratified squamous epithelium
with basal cell degeneration and no dysplastic features within
the cells (Fig. 2). A final diagnosis of OLP, reticular type on
right and left buccal mucosa and atrophic type on upper and
lower marginal and attached gingiva was recorded. To eliminate
the intraoral local factors, oral prophylaxis with the stoppage of
consumption of fish oil was adviced before commencement of the
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Fig. 2. Microscopic image showing an atrophic hyper-parakeratotic stratified squamous epithelium with basal cell degeneration and no

dysplastic features within the cells.

Fig. 3. Photo-dynamic therapy (PDT). Methylene blue 0.01% was applied onto the lesional areas and low-level LASER therapy was given for

approximately 2 min per lesional site.

steroid therapy and at regular intervals with TESS ointment
(triamcinolone acetonide buccal paste 0.1% w/w) and Betnesol®
(Betamethasone sodium phosphate tablet 0.5mg) (crush and
swish) was adviced to be used 4times a day for 1 week.

Since photo-dynamic therapy (PDT) has shown promising
results in the management of oral mucosal lesions [9] the
patient was advised with the regular sessions of the same. PDT
involves the use of a photosensitizer and a light source of
specific wavelength. In our case, low-level LASER therapy
(LLLT) at a wavelength of 660nm with methylene blue (MB)
(0.02%) as a photosensitizer was used. A total of 10 sessions
was given where MB was applied onto the lesional areas for
7-10 min followed with LLLT (Fig. 3) for 4 min per lesional site
at 660nm delivering energy of approximately 24J/cm?.In
addition, to promote the healing, Vitamin-E application was

done onto the erythematous/lesional areas after the comple-
tion of session and was left for 30 min. For the vulval and
cutaneous lesions, patient was prescribed with fluticasone
skin cream 0.05% w/w and hydroxy-chloroquines (HCQs)
20mg, twice a day for 30 days from the department of
dermatology.

After 2 weeks of follow-up, though there was a significant
reduction in the vaginal and cutaneous lesions but, no
improvement in the VAS score was noted intraorally. Hence, a
customized gingival tray was fabricated for the gingival region
such as to increase the duration of action and the contact time
of topical steroid intraorally. Regular follow-up was done for
4 months with significant reduction in VAS score of 3 for pain
and 2 for burning sensation indicating the remarkable results

(Fig. 4).
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Fig. 4. (A-C) Intraoral pictures at the end of 4 months of follow-up [postoperative] of the patient representing the significant reduction in the
erythematous areas in relation to maxillary and mandibular marginal and attached gingiva and erythematous areas and in relation to right buccal

mucosa.

Discussion

VVGS is a rare variant of oral and vaginal lichen planus. In a
retrospective study by Micheletti et. al., (2000), the frequency
of vulval LP was found to be 3.7% in the population. These OLP
forms are often resistant to treatment and have a higher
tendency for malignant transformation ranging between 0.5
and 5% [10]. The early diagnosis and management of such
lesions could go a long way in improving the quality of life of
these patients.

In our case, the cutaneous and vaginal lesions were also
managed alongside the oral lesions. Since the oral lesions were
more severe, the customised tray was fabricated for the delivery
of the medicine and PDT was advised to the patient. PDT
includes the interaction of a light source with a chemical dye or
photosensitizer in the presence of oxygen. As a result of this
interaction, reactive oxygen species are formed, causing
oxidative damage to microbial cell walls as well as pre-
malignant and malignant cells [9,10]. This helps in reduction in
the size of the lesion as well as induction of local and systemic
anti-inflammatory effects [11]. According to a study by
Sadaksharam et al., Methylene Blue (MB) mediated PDT was
used in 20 oral lichen planus patients and significant reduction
in sign and symptoms were noted after 4th week follow-up

[12]. MB is a cationic heterocyclic aromatic chemical
compound (methylthioninium chloride) that has been used
for more than 130 years in medicine as a vital dye with very low
tissue toxicity. Several studies have been conducted on the
effectiveness of MB as a photosensitizer in lesions like oral
lichen planus. Since PDT is safe, convenient, non-invasive and
does not cause scarring, it can be used alone or in conjunction
with other treatment modalities. Use of MB as a topical
medication has been demonstrated to be helpful in the
management of persistent oral pain from mucositis in cancer
patients. After being used safely in this group of patients, it
plays a highly encouraging function in the treatment of chronic
pain [13,14]. Thus, combining topical therapy with custom-
made trays, PDT for the oral lesions and systemic therapy for the
cutaneous lesions brought about a significant improvement in
the patient QoL in our case.

The major challenge in the management of OLP is relapse
and recalcitrant nature of the lesion. Along with the other
treatment strategies, local factors also play a major role in the
management of such type of lesions. Oral hygiene maintenance
is of utmost important including the reqular prophylaxis to
ensure the penetration of the medication effectively. In our
case report, regular follow-up of the patient was maintained
and no major adverse effects were noted.
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Conclusion

The use of a multimodal approach in the management of
VVGS with significant oral-mucosal lesions has been linked to a
remarkable improvement in patient QoL [15]. Though treating
erythematous lesions might be difficult, a combination therapy
such as topical therapy with custom-made trays and PDT can be
employed to control these problems. Local aggravating
variables can be reduced significantly with supportive and
conservative treatment. Dermatological approach should be
employed for the cutaneous lesions with concurrent manage-
ment of oral health. For the better treatment outcomes,
multidisciplinary approach should be applied on the patients
instead of following one line of management. Because OLP has
a higher risk of recurrence and malignant transformation,
patients must be monitored and maintained on a frequent
basis.
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