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Dysphagia Lusoria presenting with Pill-induced Oesophagitis - A case report with

review of literature
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Abstract

Extrinsic oesophageal compression from vascular structures usually remains asymptomatic. Occurrence of dysphagia is an uncommon problem. We present

a rare case of dysphagia lusoria from right sided aortic arch presenting as pill-induced oesophagitis caused by a testosterone pill. A thorough literature review

on both the conditions is then presented to address pathogenesis, diagnosis, and management.

Keywords

Dysphagia Lusoria, Pill-induced oesophagitis, drug-induced oesophagitis

Introduction

Oesophageal compression by a vascular structure resulting in
dysphagia is uncommon. There have been multiple reports in
the medical literature of almost every major vascular structure
in the chest causing some degree of oesophageal compression
and subsequent dysphagia®> ?. In 1794, David Bayford,
described a case of a 62 year-old lady having dysphagia due to
an aberrant right subclavian artery. He coined the term

“dysphagia lusus naturae”, which means “Freak of nature” @,
ysphag

Pill-induced esophagitis is associated with the ingestion of many
pills and presents an uncommon cause of erosive oesophagitis
. Multiple different classes of drugs have been described to be
hazardous to the oesophageal mucosa and cause pill-induced
oesophagitis © 9. Although uncommon in itself, dysphagia
lusoria has not been described in literature to present as pill-
induced oesophagitis. We present the first case of dysphagia
lusoria causing pill-induced oesophagi's by testosterone pills in a
young healthy man. Pubmed review of the English medical
literature has been conducted to discuss the epidemiology,

pathogenesis and management of this uncommon disorder.

Case Presentation:

A 26 year-old man with no significant past medical history
presented with 5 days of dysphagia (for both solids and liquids),
odynophagia and retrosternal chest discomfort. He admitted to
having occasional difficulty swallowing for past 2-3 months for
solids only. He denied any heartburn, cough, regurgitation,
loss of appetite, weight loss, fever, chills, haematemesis or
melaena. He denied tobacco or alcohol use. 2 weeks prior to
presentation he had started taking testosterone pills for body-

building. Physical examination was completely unremarkable.

A barium oesophagram showed extrinsic oblique compression

of the oesophagus at the level of the carina as it passes through
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the aorta. CT scan and MRI of the chest revealed a right-sided
aortic arch crossing posteriorly to the oesophagus with proximal
oesophageal dilatation consistent with Dysphagia Lusoria.
Endoscopy noted erosive oesophagitis/distinct  ulceration
extending from 18cm into a pulsatile area of narrowing at 20

cm with normal mucosa visualized distally.

Biopsies revealed oesophageal squamous mucosa with marked
acute inflammation, reactive changes and no evidence of viral
inclusions. Surgical management was discussed with the patient,
but given the short duration of symptoms and the patient's
stable weight, providing symptomatic relief with lifestyle
changes, together with a trial of medications such as proton
pump inhibitors were considered. At 2 weeks follow-up whilst
taking proton pump inhibitors and having discontinued the
testosterone pills, the patient experienced complete resolution

of symptoms.
Epidemiology:

Dysphagia Lusoria: Moltz et al, found that lusorian artery has a
prevalence of about 0.7% in the general population, based on
the post-mortem findings”. Also, out of 1629 patients who
underwent endoscopy for various reasons, 0.4% had a finding
of a lusorian artery in a report from Fockens et al®. It has also
been concluded based on the autopsy results and retrospective
analysis of patients’ symptoms during life that about 60-70% of
these patients remain asymptomatic . Coughing, dysphagia,
thoracic pain, syncope and Horner's syndrome may develop,

but usually present in old-age®.

Pill-Induced Oesophagitis: The data on pill-induced oesophagitis
is rather limited. A Swedish study found an incidence of 4 cases
per 100,000 population/year'?. Wright found the incidence of
drug-induced oesophageal injury to be 3.9/100,000"V. This

may be underestimated and does not include subclinical or




misdiagnosed cases. Also, cases are reported selectively, due to
clustering of cases, newly implicated pills or rare complications.
The incidence today is probably much higher due to increased
use of prescription medications, widespread use of endoscopy
and an ageing population. All these factors limit our ability to

correctly assess the true epidemiology of this iatrogenic disorder.
Pathogenesis

Dysphagia Lusoria: During embryological development, the
aortic sac gives rise to six aortic arches and with further
development the arterial pattern is modified and the fourth arch
persists on both sides and some vessels regress. In right arch
anomaly, the left arch atrophies and disappears whereas the
right arch persists. If both arches persist, they form a double
arch or a vascular ring encircling the trachea and oesophagus
a2,

Pill-induced oesophagitis: Several lines of evidence confirm that
oesophageal mucosal injury is caused by prolonged contact with
the drug contents ' .On clinical grounds, patients frequently
report a sensation of a pill stuck in the oesophagus before the
development of symptoms and the frequent occurrence of
symptoms after improper pill ingestion. Endoscopically, the
evidence includes occasional observation of pill fragments at the
site of injury, sharp demarcation of the injury site from the
normal tissue and the frequent localization of the injury to the
areas of oesophageal hypomotility or anatomic narrowing® 9.
Therefore factors predisposing to the drug-induced oesophageal
injury can be divided into two main categories: patient or

s (16171819202 and drug or pharmaceutical

(13,14,22,23,24)

oesophageal factor:
factors as shown in tables 1 and 2 ). It is important to
note that most patients who experience pill-induced damage
have no antecedent oesophageal disorder, neither obstructive
nor neuromuscular @It is the combination of anatomic
narrowing coupled with the caustic effects of the implicated
drug that caused the oesophageal injury in our case. Although
testosterone pills have never been reported to cause pill-induced
oesophagitis, 6 cases of corticosteroid-induced oesophagitis have

been described in the literature® .

Table 1: Patient/Esophageal facors for pill-induced esophagitis

Old Age

Decreased Salivation

Pill intake in recumbent position

Lack of adequate fluid intake with the drug
Structural abnormalities of esophagus

Hypomobility of the esophagus

Table 2: Drug related factors for pill-induced esophagitis

Chemical structure(sustained release pills, gelatinous surface)
Formal structure (capsule increases risk over the tablet)
Solubility

Simultaneous administration of multiple medications
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Clinical Presentation

Dysphagia  Lusoria: As previously mentioned the disorder
remains asymptomatic in majority of the patients. Symptomatic
adults usually present with dysphagia for solids, (91%), chest
pain (20% or less). Less commonly, patients may have cough,

e @) In infants, respiratory

thoracic pain or Horner’s syndrom
symptoms are the most predominant mode of clinical
presentation. This is believed to be due to absence of tracheal
rigidity, allowing for its compression with resulting stridor,
wheezing, cyanosis etc . Richter et al. reported average age of
presentation to be 48 years 7). Various mechanisms to explain
this delayed presentation have been proposed such as increased
rigidity of the oesophagus, rigidity of the vessel wall due to
atherosclerosis, aneurysm formation (especially Kommerell’s
diverticulum), elongation of the aorta etc © 239

Pill-induced  oesophagitis: Patients with pill-induced  injury
usually present with odynophagia, dysphagia and/or retrosternal
chest pain” . Symptoms can occur after several days after
starting a drug, but frequently occur after the first dose. ¥
.Fever and haematemesis signifying a possible mediastinal

n(32,33).

extension can occur without chest pai Pharyngitis due to

the pill lodged in the hypopharynx has been reported®®.

Our case presents a typical example of asymptomatic Dysphagia
Lusoria, who developed acute dysphagia, odynophagia and
retrosternal chest discomfort immediately after the initiation of
the offending agent; which is very typical of pill-induced
oesophageal injury.

Diagnostic approach

Dysphagia Lusoria: The best method to diagnose an aberrant
right subclavian artery presenting with difficulty swallowing is
initially with a barium oesophagram followed by a CT or MRI
scan. @7 .Angiography although considered gold standard for
the diagnosis of vascular abnormalities is now largely
supplanted by newer less invasive techniques such as CT or MR
angiography. Upper endoscopy may reveal a pulsating
compression of the posterior wall of the oesophagus as in our

case® 27,

Figure 1- Barium esophagram depicting the extrinsic indentation of the

esophagus as it crosses the aorta.



Endoscopic ultrasound, especially with Doppler technology
may be helpful to confirm the vascular nature of the
abnormality®”. Oesophageal manometry usually shows non-
specific findings.High peristaltic pressures have been reported in

the proximal oesophagus above the level of the compression
35)

Pill-induced oesophagitis: Barium studies can be normal, and
slowing of barium column may be the only abnormality seen®V.
Double contrast studies may however, increase the yield of a
positive result®. Kikendall et al. reported that endoscopy
revealed the evidence of injury in all the patients ® . Endoscopy
most commonly reveals one or more discrete well demarcated
ulcers with normal surrounding mucosa. Ulcers may range from

pin-point to several centimetres in diameter®. Biopsies, if

Figure 2- CT scan of the thorax demonstrating esophageal compression

from a posteriorly placed aorta.

performed, help to distinguish the condition from infection and

neoplasia.

-4 4 5
Figure 3- Magnetic resonance image showing esophageal compression

with proximally dilated esophagus.

Our case shows a distinct oblique compression in the posterior
wall of oesophagus on the barium study (fig 1) and classic
findings on MR/CT with contrast which also excluded any
other thoracic vascular abnormalities (fig 2-5). Endoscopic

images of a shallow ulcer are shown in fig 6,7.
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Figure 5- Three Dimensional image of the heart and the right sided
approach of the arch.

Figure 6- Endoscopic view of esophageal inflammation at the site of

compression.

e & =
Figure 7- Endoscopic image of the esophageal injury using narrow band

imaging.



Treatment

Dysphagia Lusoria: The treatment of patients with DL primarily
depends upon the severity of symptoms. Mild to moderate cases
are managed by lifestyle and dietary changes such as eating
slower, chewing well, sipping liquids, weight reduction and
reassurance as in our case.”?” Janssen et al also reported in a
series of 6 patients that 3/6 improved with proton-pump
inhibitor alone or in combination with the prokinetic drug
cisapride ©. Severe symptoms and failure of medical therapy
may need surgical evaluation and treatment. Richter et al.
reported 14/24 patients who underwent surgical repair of the
aberrant vessel for DL®” . Bogliolo et al proposed endoscopic
dilation as a temporary alternative to relieve symptoms in
patients who are poor surgical candidates 7.

Pill-induced oesophagitis: Most uncomplicated cases of pill-
induced oesophagitis may heal spontaneously, with resolution
of symptoms in a few days to a few weeks. Withdrawal of the
offending drug and avoidance of topically irritating foods such
as citrus fruits, alcohol is imperative to aid healing * 3.
Sucralfate, topical anaesthetics, and acid suppression are often

15),

used to aid in relief of pain® Rarely, in severe cases,

parenteral nutrition or endoscopic dilation of chronic strictures

may be required. 1>2)

Conclusion

Our case demonstrates a typical case of DL presenting with pill-
induced oesophagitis who responded to conservative and acid
suppressive therapy. Identifying the risk factors and adequate

patient education is the key to prevention.
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