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CASE REPORT

Diffuse idiopathic skeletal hyperostosis: a rare cause
of dysphagia and dysphonia

Thomas Peter Fox, Mihir Kumar Desai, Tom Cavenagh, Edward Mew

SUMMARY

This article reports on the case of a 63-year-old
Jamaican man who presented with progressive
dysphagia and dysphonia. CT was able to visualise
several large anterior cervical osteophytes, which were
protruding into soft tissue structures such as the pharynx
and oesophagus. Surgical removal of C3—C6 was
undertaken but severe damage to local structures had
already occurred. The patient remained nil by mouth and
had a percutaneous gastrostomy feeding tube for means
of nutrition. Four months later, despite the removal of
the osteophytes, videofluoroscopy demonstrated that the
patients swallow remained unsafe. The patient suffered
three episodes of aspiration pneumonia and although
their speech improved, they remain nil by mouth at the
time of going to publication.

BACKGROUND

Diffuse idiopathic skeletal hyperostosis (DISH)
describes a condition in which there is tendency
towards ossification of ligament, tendon or joint
capsule insertion, usually involving the spine.’™ It is
usually completely asymptomatic with a normal phys-
ical examination. Radiologically, however, changes
appear as a distinct paravertebral mass anterior to ver-
tebral body. It can occur at any level throughout the
spine. The most common causes of cervical anterior
osteophytes are ankylosing spondylitis and DISH.*

CASE PRESENTATION

A 63-year-old Jamaican man presented to the emer-
gency department with increasingly strange behav-
iour observed by neighbours, audible upper airway
noises and changes in the tone of his speech. On
closure questioning he described a history of pro-
gressive dysphagia with mild odynophagia, weight
loss and shortness of breath. He had no fever,
change in bowel habit or symptoms of anaemia.

He was well known to the psychiatric services in
the area because of longstanding issues relating to
treatment-resistant schizophrenia. On examination,
he was a mildly cachexic man with obvious difficul-
ties in swallowing his saliva. There were audible
bubbling noises emanating from his upper airway
and he was drooling at the mouth. On auscultation
of the lungs, there were widespread crackles faintly
audible above the upper airway noises.
Examination was otherwise unremarkable.

INVESTIGATIONS
Erect chest x-ray
Increased opacification seen within the right lower
zone which is suggestive of infective consolidation.

Given the history, these findings could indicate
aspiration pneumonia. The left lung appears clear.

Videofluoroscopy

The control view demonstrated large osteophytes
of the cervical spine with marked degenerative
changes. The anterior osteophytes anteriorly dis-
place the oesophagus. Further evaluation with
formal cervical spine x-rays are advised.

MRI lumbar spine

There is some mild-to-moderate white matter T2
hyperintensity which is non-specific but most likely
on the basis of small vessel disease. There are multi-
level cervical and upper thoracic osteophytes with
vertebral body fusion. This is suggestive of DISH.
It results in some impingement on the dorsal wall
of hypopharynx which may relate to the clinical
findings. There is no brain stem or base of skull
abnormality.

CT cervical spine

There is extensive anterior cervical osteophytosis
involving all vertebral levels. The most bulky
element of this process is from C3 to C5 and is
indenting the posterior inferior oropharyngeal wall
and laryngeal inlet. The maximal depth is at C4,
where the osteophyte measures 17 mm in antero-
posterior diameter (approximately the same as the
adjacent vertebral body) (figures 1 and 2 ).

Anteriorly, there is multilevel fusion of the cer-
vical spine at every level except for C2/3 where
there is probably an old fracture of the connecting
anterior osteophyte. Posteriorly, there is fusion of
the left C2/3, C5/6 and C6/7 facet joints, on the
right there is fusion of the C5/6 facet joint.

Mild uncovertebral osteophytosis is seen from
C3 to C5, but no resultant canal stenosis is seen on
CT. There is foraminal narrowing bilaterally at C3/
4 and C4/5.

DIFFERENTIAL DIAGNOSIS

The causes of dysphagia can be divided into
luminal, mural or extramural. With a robust history
of progressive dysphagia and weight loss the most
important differential to exclude is oesophageal
carcinoma. Other conditions that commonly affect
swallowing include achalasia, pharyngeal pouch,
stroke, Parkinson’s disease and motor neuron
disease. Rarer causes include head and neck malig-
nancies, ankylosing spondylitis and anterior cer-
vical osteophytes and seen in DISH (figure 3).
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Figure 1 CT transverse sections of
cervical spine showing anterior cervical
osteophyte.

TREATMENT

Medical

Medical therapy used in this case included simple analgesics
such as paracetamol, diclofenac and tramadol as required.
However, due to the severity of this patient’s symptoms, surgical
removal of osteophytes was the definitive option.

Surgical

The surgical intervention in this case consisted of removal of
the offending anterior osteophytes on vertebral levels C3-Cé6
(figure 4). The patient was placed in a supine horseshoe pos-
ition. Intravenous antibiotics were given on induction and a
transverse right collar incision was made over C4. Dissection to
anterior cervical spine was undertaken. The thick prevertebral
fascia was divided into layers. The carotid artery was felt and
retracted laterally. Large osteophytes were then clearly visible.
These were removed using a drill and nibbler. The drill was
further used to smooth the anterior surface. Postoperative x-rays
were taken to ensure all relevant levels had been successfully
decompressed. The wound was closed with 2.0 vicryl to plat-
syma, 3.0 undyed vicryl subcut, steristrips to skin and a further
absorbable dressing applied.

OUTCOME AND FOLLOW-UP

The postoperative period provided a number of challenges for
the patient and for the healthcare team. The patient required
sectioning under the Mental Health Act because he refused to

P

Figure 2 CT showing sagittal section through cervical spine with
prominent anterior cervical osteophytes.

remain nil by mouth. He suffered three further episodes of
aspiration pneumonia. He also pulled his Percutaneous
Endoscopic gastrostomy (PEG) tube out on several occasions
and also required 1:1 supervision to prevent him absconding.
His symptoms were unchanged following surgery and he
became increasingly disenchanted with his situation. His
swallow was repeatedly assessed with videofluoroscopy which
demonstrated only mild improvement over the next 4 months.

DISCUSSION

DISH is a common non-inflammatory spinal enthesopathy of
unknown aetiology characterised by osteophyte formation.
More common in the elderly’ and in men, it is diagnosed by
radiography. Characterised by the presence of osteophytes
afflicting four sequential vertebral bodies together with the pres-
ervation of disc height (Reswick diagnostic criteria)®
trast to ankylosing spondylosis and degenerative disc disease.
Despite first being described in the 1950s by Forestier and
Rotes-Querol® much about the aetiology of the condition
remains unknown, with several risk factors postulated.”

The condition can affect anywhere along the vertebral
column—most commonly afflicting the thoracic spine, causing
back pain and stiffness. In the cervical spine, ossification of soft
tissue on its anterior aspect and the formation of large osteo-
phytes can result in a rare cause dysphagia due to mechanical
oesophageal compression. Other complications include tracheal
displacement, airway compromise, increased risk of fracture and

—in con-

Figure 3 Image from videofluoroscopic scan showing unsafe swallow.
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Figure 4 Image intensifier picture taken during surgical removal of
anterior cervical osteophytes.

potential spinal cord compression, as evidence by prior case
reports.® ? As the extent of oesophageal compression increases,
so the dysphagia worsens and as in any patient with progressive
dysphagia, oesophageal malignancy is an important
differential.'”

Management of this condition is primarily conservative
including dietary modifications—soft diet and medications
including bisphosphonates.'” '* However, in severe cases, where
intrinsic oesophageal dysfunction has been ruled out, surgical
intervention can provide an effective last resort.'?

Limited case reports from surgical intervention have shown
good results in the short term with effective symptom reso-
lution."*™'® However, it still remains unclear regarding long-
term outcomes, and as with any operation, risks include damage
to surrounding structures, most significantly damage to recur-
rent and superior laryngeal nerves resulting in postoperative
dysphagia.

As above, our patient presented with progressive dysphagia,
dysarthria and weight loss over the last few months. His even-
tual CT scan showed extensive anterior cervical osteophytosis
and multilevel fusion involving all vertebral levels, with the
largest osteophytes seen from C3 to C5 and mass effect on
the anterior soft tissue structures. Videofluoroscopy prior to the
procedure showed severe oropharyngeal dysphagia, and pharyn-
geal weakness, and it was felt that despite the osteophytes con-
tributing significantly to his dysphagia, there was an additional
neurological component not explained by the mechanical
compression.

As a result, despite a successful surgery, our patient has
remained PEG fed, with his latest videofluoroscopy 1 month
postoperatively showing a pharyngeal wall profile much
improved, but continued lack of swallow coordination and high
risk of aspiration.

Learning points

» Anterior cervical osteophytes should be considered a rare
cause of progressive dysphagia.

» Surgery may not necessarily improve symptoms.

» Patients with psychiatric illness often present late, possibly
when irreparable damage has been done.
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