A 51-year-old woman presented with
acute epigastric pain after ingestion of a
rice meal. The patient’s history was unre-
markable apart from a long-term habit of
ingestion of hot peppermint candies and
nicotine misuse (20 cigarettes per day).
Examination of the oral cavity revealed
patchy leukoplakia. Laboratory tests
were unremarkable apart from positive
antinuclear antibody (ANA) (1:320) and
positive anti-dsDNA antibodies. Gastros-
copy disclosed a 6cm long, incomplete
rupture extending into the muscularis
propria of the middle third of the esopha-
gus (© Fig. 1a). The surrounding mucosa
appeared thickened and showed areas of
diffuse keratinization, thus acquiring a
“crackleware* appearance. On histologi-
cal examination, extensive hyperkerato-
sis was noted (© Fig. 1b). Biopsy speci-
mens taken from the gastroesophageal
junction revealed mild reflux disease.
Further investigations with respect to
esophageal involvement in collagenosis-
associated motility disorders (including
oesophageal manometry), however, were
negative.

Endoscopic treatment was carried out,
sealing the rupture by continuous metal
clipping (© Fig. 1c). The patient was dis-
charged with prescriptions for proton
pump inhibitors and antibiotics, and in-
structions to avoid nicotine and spicy
and hot foods. On regular follow-up, it
was seen that the treatment was success-
ful with good healing, without visible
metal clips or functional impairment
(e Fig.1d).

Diffuse hyper-/parakeratosis of the esoph-
agus is an uncommon finding. Only three
cases have been reported, two of which
had squamous cell carcinoma in the vici-
nity of the parakeratosis [1-3]. The etiol-
ogy of this peculiar finding is unclear. The
differential diagnosis includes rare inher-
ited keratinization defects, such as tylosis
and mucosal hyperkeratosis syndromes,
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Fig.1 a Spontaneous, incomplete rupture extending into the muscularis propria of the middle third
of the esophagus. b Extensive hyperkeratosis (magnification x 100). ¢ Endoscopic treatment with
continuous metal clipping. d Follow-up endoscopy showing good healing without visible metal clips
or functional impairment.

as well as lichen planus, which commonly
affects the proximal esophagus [4,5].
Apart from habitual peppermint candy
ingestion and nicotine misuse, the pa-
tient’s history was unremarkable with re-
spect to potential exogenous toxins. Posi-
tive ANA and anti-dsDNA antibodies,
however, may indicate a pathogenetic
link to autoimmune disease. As shown in
our case, diffuse hyper-/parakeratosis
may be associated with increased fragili-
ty of the esophageal wall, leading to spon-
taneous rupture. This situation, in addi-
tion to the increased cancer risk, should
be included in the list of possible compli-
cations.
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