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Abstract

Lichen planus is a chronic, idiopathic disorder which usually affects skin and mucosal surfaces.
While oral mucosa is frequently involved, esophageal localization is uncommon, and it usually
manifests with dysphagia. It has also been associated with squamous cell carcinoma. Underdi-
agnosing of esophageal lichen planus often leads to a delay in treatment. There are also no
clear recommendations for treatment of this disorder. Systemic corticosteroids are usually the
first-line therapy, but different other therapeutic approaches are also used, with a various rate
of response. We present the case of a patient with esophageal lichen planus complicated with

esophageal stenosis, who was rather resistant to treatment. © 2019 The Author(s)
Published by S. Karger AG, Basel

Introduction

Lichen planus (LP) is a chronic, idiopathic inflammatory disease which mostly affects the
skin, mucous membranes, and nails [1, 2]. According to different estimations, this disorder
appears in 0.5-2% of the population, with a predilection for females in their forties and fifties
[1, 3]. The cutaneous forms of the disease affect the skin, scalp, and nails, while mucosal forms
usually affect the mouth, pharynx, and perineum. Mucosal forms are found in 30-70% of the
patients. Esophageal involvement in LP is rarely found, the true prevalence being difficult to
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estimate due to subtle clinical changes and lack of characteristic histologic features [4]. Esoph-
ageal localization of the disease usually manifests with dysphagia due to upper esophageal
lesions and stenoses. In these patients, previous oral lesion is often observed for a prolonged
period of time [5-7]. Risk of development of squamous cell carcinoma is unknown for esoph-
ageal lichen planus (ELP), but it is strongly suspected that it is increased [1, 8]. There are only
few case reports of ELP in the medical literature up to date, and these patients represent con-
siderable diagnostic and therapeutic challenge for clinicians [4]. In our case, we presenta 71-
year-old patient with ELP, complicated with stenosis, who proved to be rather resistant to a
treatment.

Case Report

Three years ago, a 71-year-old female patient, with a history of arterial hypertension and
hyperlipidemia, was referred to an oral pathologist, after hyperkeratotic areas and aphthous
lesion of buccal mucosa had been observed by her dentist. Buccal changes were accompanied
by dryness and pain in the oral cavity (Fig. 1). Biopsy was performed, and pathohistological
analysis found a hyperkeratotic epithelium with elongated epidermal extensions and apop-
totic keratinocytes, a finding which was consistent with LP (Fig. 1). After that, the patient was
treated with local solutions, including dexamethasone and hexetidine, by an oral pathologist.

After a year, in spite of treatment, dysphagia developed due to solid food first and later
even due to liquids. Oral cavity lesions were still present. At this point, the patient was referred
to a gastroenterologist. On esophagogastroscopy, circular stenosis in the upper third of the
esophagus was found, esophageal lumen being reduced to 1 cm, and its surface covered with
pseudomembranaceous layers (Fig. 2). Samples were taken during the endoscopy, and patho-
histological analysis showed stromal infiltration with granulocytes and the presence of for-
eign-body gigantic cells. Radiologic studies were also performed, and they showed 9-cm-long
esophageal stenosis with a lumen reduction to 5 mm, while CT revealed thickening of the
esophageal wall (Fig. 3).

Considering the results of a diagnostic workup, and after excluding malignant stenosis,
systemic corticosteroid therapy was initiated (64 mg methylprednisolone with subsequent
dose tapering). After a month of treatment, there was a complete resolution of buccal changes,
but dysphagia persisted along with endoscopically confirmed stenosis. At this point, endo-
scopic dilation of stenosis was performed with satisfactory results. Corticosteroid therapy had
been tapered down and terminated, and the patients was symptomless.

Six months after stopping therapy, the patient presented with mild dysphagia and with
radiologically confirmed 6-cm-long esophageal stenosis (luminal diameter of 8 mm). Buccal
efflorescences were also present again.

Systemic corticosteroid therapy was reintroduced (32 mg methylprednisolone with sub-
sequent dose tapering to 12 mg), along with topical tacrolimus therapy for oral cavity lesions.
This therapy was continued for the next 8 months and is still under way. At present, there is
no dysphagia nor buccal changes in the patient. Control endoscopic examination revealed an
improvement of mucosal changes, but stenosis is still not passable for endoscope (Fig. 2).
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Discussion

LP is an idiopathic disorder of the squamous epithelium. Prevalence rates differ among
studies [3, 6]. There is a predilection for the disease in middle-aged female patients [9]. Esoph-
ageal localization of LP is an extremely rare disease with only about 50 cases reported up to
date, clinically presenting itself most frequently as dysphagia (81% of patients), followed by
odynophagia (24%), and weight loss (14%) [1, 9]. This disorder often also goes undetected,
being misdiagnosed as esophageal reflux disease. Endoscopic examination is, therefore, cru-
cial for establishing diagnosis [1]: firstly, because ELP typically affects the proximal esopha-
gus, as in our case, leaving the gastroesophageal junction intact, thus differing from esopha-
geal reflux disease; secondly, by endoscopy we can observe changes such as pseudomem-
branes, friable mucosa, papules, ulcerations or stenoses. According to some recent studies,
esophageal involvement is much more frequent in LP, given that clinical and pathologic find-
ings are assessed carefully [10]. All aforementioned epidemiological and clinical characteris-
tics were present in our patient. In addition, there were pseudomembranes and stenosis pre-
sent at initial endoscopic evaluation [4, 11].

Data on histopathology of ELP is scarce [12]. Although there are characteristic histologic
findings in ELP, such as basal keratinocyte degeneration or bandlike (lichenoid) lymphocytic
infiltrate involving the superficial lamina propria and basal epithelium, it is generally known
that, for difference from cutaneous LP, histopathological results in ELP are often variable and
inconclusive [1, 4]. In our case, the histopathological analysis of the buccal mucosa sample
showed a hyperkeratotic epithelium with elongated epidermal extensions and apoptotic
keratinocytes, a finding consistent with LP, but later histopathological analysis of samples
taken from the esophagus showed only a stromal infiltration with granulocytes and the pres-
ence of foreign-body gigantic cells, which are rather nonspecific. Therefore, it is necessary for
clinicians to establish a diagnosis relying on an appropriate clinical and endoscopic approach,
often without or with only suggestive histopathological findings.

Considering a therapeutic approach in this disease, we can see that there are no well-es-
tablished guidelines to treat ELP [13]. For advanced and symptomatic cases, systemic cortico-
steroids are usually given, with a response rate of up to 74%, but also with a high relapse rate
(up to 85%) after therapy discontinuation [9, 12]. According to different studies, local (intrale-
sional) corticosteroids and cyclosporine, topical tacrolimus, and adrenocorticotropic hor-
mone also achieved a certain treatment response [5, 10]. There is a recent case series in which
symptomatic and endoscopic improvement was reported after treatment with swallowed
fluticasone propionate [8]. If there is stenosis, esophageal dilation is commonly used, and an
additional intralesional corticosteroid injection can decrease the need for repeated dilation
[4, 11]. In our clinical case, we used systemic corticosteroid therapy along with esophageal
dilation, but only with partial and transient response. After clinical and endoscopic relapse,
we reintroduced systemic corticosteroid therapy along with topical tacrolimus for a pro-
longed period of time, with only suboptimal results.

In conclusion, although ELP is a rare disorder, it should be suspected in patients with dys-
phagia and mucosal abnormalities of the upper third of the esophagus, especially in female
patients in their forties. After diagnosing, therapeutic options should be considered: primarily
systemic corticosteroids or swallowed fluticasone, but also an esophageal dilation in case of
stenosis. These patients should also be closely followed up because of the risk of malignant
transformation (squamous carcinoma).
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Fig. 1. Clinical and histopathological (magnification x200, hematoxylin and eosin stain) appearance of buc-

cal mucosa changes.
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Fig. 2. Endoscopic view of the esophagus before and after dilation and systemic corticosteroid treatment.
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Fig. 3. Contrast radiography and CT scan of esophageal stenosis.
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