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Abstract

A 62-year-old male patient was admitted to our hos-
pital due to severe chest pain, odynophagia, and he-
matemesis. Chest computed tomography showed an
esophageal submucosal tumor. Esophagogastroduode-
noscopy (EGD) revealed a longitudinal purplish bulging
tumor of the esophagus. Endoscopic ultrasound (EUS)
showed a mixed echoic tumor with partial liquefaction
from the submucosal layer. The patient was diagnosed
with esophageal intramural hematoma as well as acha-
lasia by upper gastrointestinal endoscopy, esophagog-
raphy and esophageal manometry. The patient was
managed conservatively with intravenous nutrition, and
oral feeding was discontinued. Follow-up EGD and EUS
showed complete recovery of the esophageal wall, and
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finally, the patient underwent endoscopic dilatation for
achalasia. The patient was symptom free at the time
when we wrote this manuscript.
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INTRODUCTION

Esophageal intramural hematoma (EIH) is an uncom-
mon cause of severe chest pain. More than 63% of
patients with EIH have an underlying etiology or predis-
posing factors such as esophageal instrumentation, vom-
iting, trauma, pill-induced injury, food impaction-related
issue, or coagulation defects'"!. We report a patient with
severe chest pain, dysphagia, and upper gastrointestinal
bleeding who was subsequently diagnosed with EIH and
achalasia. The patient was initially diagnosed by esopha-
gogastroduodenoscopy (EGD) and underwent endo-
scopic ultrasound (EUS) for further confirmation. After
conservative treatment, the patient recovered well and
then underwent esophageal manometric examination
and a series of EGD and EUS follow-up.

CASE REPORT

A 62-year-old male patient had a history of hypertension
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Figure 1 Computed tomography revealing a slight hyperdense tumor lesion
(arrow) with a smooth surface over the upper esophagus, and no false
lumen.

Figure 2 Esophagogastroduodenoscopy revealing a purplish bleeding
esophageal submucosal tumor (A) and endoscopic ultrasound revealing
a mixed echoic tumor with an anechoic component and an irregular at the
submucosal layer (B).

which was treated with regular calcium channel antago-
nists. He suffered from dysphagia, intermittent anterior
chest pain, and poor oral intake for 1 mo but no nausea
or vomiting, no acid or food regurgitation, and no signifi-
cant body weight loss. He did not seek medical aid until
he experienced an episode of severe anterior chest pain,
odynophagia, and hematemesis. He was sent to the emer-
gency room. Laboratory results revealed a hemoglobin
level of 13.5 g/dL and a platelet count of 205000/mL.
Electrocardiography showed sinus tachycardia, and chest
X-ray was normal. Chest computed tomography revealed
a slight hyperdense tumor with a smooth surface over the
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Figure 3 Follow-up esophagogastroduodenoscopy 2 d later revealing a
dissected necrotic mass lesion with ulcer formation.

upper thoracic esophagus anterior wall extending to the sub-
carina area with no evidence of aortic dissection (Figure 1).
He then received EGD which revealed a longitudinal
oozing purplish, bulging tumor from the upper to mid-
esophagus. Differential diagnosis included metastatic ma-
lighancy, submucosal tumor, and hematoma. EUS showed
a mixed echoic and partially liquetied mass lesion with
irregular margins over the submucosal layer (Figure 2).
Intramural hematoma of the esophagus was diagnosed
based on these examinations. Two days after the patient
was managed as nil by mouth, through use of intravenous
nutrition and analgesics, he received a follow-up EGD,
which trevealed a dissected necrotic mass lesion with sub-
mucosal ulceration (Figure 3). Endoscopic biopsy was
performed to exclude malignancy, and pathology showed
necrosis and acute inflammation but no malignant cells.
Follow-up EGD performed 1 wk later revealed complete
resolution of the submucosal hematoma with longitu-
dinal superficial ulcer, and EUS showed no mass lesions
and only mild thickening of the mucosal and submucosal
layer (Figure 4). The patient began to try liquid diet in-
take and was discharged on the 10th day after admission.
One month later, during an outpatient visit, the patient
still had dysphagia symptoms. EGD showed an intact
esophageal mucosa with a tight esophagocardiac junction
(ECJ) and residual food accumulation in the esophagus.
Batium esophagography showed a normal esophageal wall
contour but a dilated lumen with narrowing of the EC]
(Figure 5), and achalasia was suspected. The patient also
received an esophageal manometric examination, which
revealed 90% simultaneous contraction of the esophageal
body, impaired relaxation of the low esophageal sphincter
(LES) and LES pressure of 58 mm Hg. These findings
were compatible with achalasia, so he received endoscopic
dilatation twice for achalasia. After treatment, the patient
returned to normal oral intake and symptom free during
the 18-mo follow up.

DISCUSSION

EIH is a rare disease that was first described by Williams
in 1957, Most reported cases of EIH occurred in wom-
en. The age range of patients with EIH is 20-89 years,
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Table 1 Reports on achalasia in patients with esophageal intramural hematoma
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[8-11]

Authors Age (yr) Sex Interval between the diagnosis Treatment of EIH recurrence
of achalasia and EIH achalasia (Interval between recurrence)
Freeman et al*” 69 I 3 mo' Surgery No
Herbetko et al” 43 F 15 yr Heller’s myotomy No
Mclntyre et al™” 48 F 8yr Medication Yes (7 yr)
Hooper et al™ 45 F 19 yr Heller’s myotomy Yes (15 mo)

!Achalasia was diagnosed after esophageal intramural hematoma (EIH) attack.

Figure 4 Esophagogastroduodenoscopy revealing a shallow ulcer without
a tumor (A) and endoscopic ultrasound revealing thickening mucosal and
submucosal layers, an intact muscularis propria layer, and no submucosal
tumor (B) during the follow-up one week later.

and most of the patients are in the seventh or eighth de-
cade of life. It has been reported that EIH is associated
with coagulopathy[s], variceal injection sclerotherapy[4], and
endoscopic instrumentation or foreign body ingestion”,
It has also been known to occur spontaneously in healthy
people!”. EIH usually presents as a sudden onset of chest
pain followed by odynophagia, dysphagia, and mild he-
matemesis.

EUS examination of EIH is limited. In our case, initial
EUS showed a mixed echoic tumor lesion with an anecho-
ic component and a mild irregular surface involving the
mucosal and submucosal layers, but the muscularis propria
was preserved and partial organization of hematoma was
preferred rather than solid tumor. This patient also under-
went follow-up EUS 1 wk later, which showed thickening
of the mucosal and submucosal layers with a mucosal
defect compatible with ulcer and complete resolution of
hematoma.
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Figure 5 Esophagography revealing a dilated esophageal lumen with
smooth narrowing of the esophagocardiac junction (arrow).

EIH occurs as a result of 2 types of trauma to the
esophageal wall: barotrauma and direct trauma'”. Esopha-
geal barotrauma occurs due to a sudden increased transmu-
ral pressure associated with coughing, or retching. Direct
trauma results from endoscopic injection sclerotherapy, or
swallowing of pills or a large food bolus. Our patient was
not known to have achalasia prior to this admission, pos-
sibly because he was symptom free due to long-term intake
of calcium channel antagonists for controlling hypertension.
He had intermittent chest pain and dysphagia for 1 mo.
These symptoms may have been related to the underlying
achalasia, but he denied having nausea, vomiting, or food
regurgitation. However, he did experience a feeling of
something being stuck in his esophagus. Furthermore, his
platelet count and prothrombin time were normal, which
prompted us to consider food bolus-related direct trauma
to esophageal wall. To our knowledge, achalasia has been
reported only in 4 female patients with ETH since 19575
and three of them were already diagnosed with achalasia
before the attack of EIH. Recurrent EIH has only been re-
ported in 2 patients, with underlying achalasia ™" (Table 1).
Fortunately, our patient fully recovered from EIH and un-
derwent successful endoscopic dilatation for achalasia. He
was in good condition, able to feed orally, and had no more
chest pain or dysphagia at the time when we wrote this pa-
per. However, long-term follow-up is needed.

The prognosis of patients with EIH is good, death
has only been reported following thoracotomy for this
condition'?. Management should be conservative. Most
patients can be treated using intravenous nutrition, an-
algesics with oral feeding discontinued. Bleeding from
EIH is usually mild and spontaneously subsided, but
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sometimes if bleeding is severe, endoscopic hemostasis
or angiography with embolization even surgical interven-
tion is necessary.

In conclusion, EIH is a rare disease that has different
predisposing factors. EGD is a safe procedure for initial
diagnosis. EUS findings help differentiate intramural he-
matoma from a solid tumor, cyst, or vessel. A series of
follow-up endoscopies can help understand the natural
course of EIH. Management is conservative, and the
outcome is excellent with almost full recovery. However,
it should be kept in mind that recurrence has been re-
ported especially in patients with underlying achalasia.
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