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Torticollis with gastroesophageal reflux:
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INTRODUCTION

Torticollis is characterized by rotation and lateral
flexion of the neck, with or without extension or for-
ward flexion. A thorough evaluation should be perfor-
med, as torticollis may indicate a severe disorder.
Torticollis related to gastroesophageal reflux
(GER)with or without hiatal hernia defines Sandifer
syndrome [1]. This disorder of infancy manifests chie-
fly during meals. Sandifer initially observed the syn-
drome, which was first described by Kinsbourne in
1964 [2]. We report a new case.

CASE-REPORT

A 16-month-old female was admitted for evaluation of
abnormal neck posture of abrupt onset 2 weeks earlier.
Her neck was tilted to the right, and her right shoulder
was elevated. The abnormal posture was present conti-
nuously during the day but resolved during sleep. No
swelling was apparent in the sternomastoid muscle.
Body temperature was normal.

She had a history of gastroesophageal reflux diagno-
sed at 24 days of age and managed with metoclopra-
mide 10 mg qid and thickened meals. No previous epi-
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sodes of abnormal posturing were noted. The parents
reported regurgitation and vomiting over the last 6 days.
Examination of the neck showed no pain or neuro-
muscular abnormalities.

Standard radiographs of the neck were normal. Upper
gastrointestinal imaging disclosed gastroesophageal
reflux and elevation of the cardia. Sandifer syndrome
was considered and Nissen fundoplication was perfor-
med. The postoperative course was uneventful. The
neck posture gradually returned to normal and the reflux
symptoms resolved. Physical findings 6 weeks after
surgery were normal.

DISCUSSION

The identification of supraglottic manifestations of gas-
troesophageal reflux has opened up a new area of cli-
nical practice and investigation [3]. These manifesta-
tions remain underrecognized, however, for three
reasons [4]:

a) reflux symptoms are missing in over half the
patients who have supraglottic manifestations, with
variations according to the target organ;

b) endoscopy fails to show esophagitis in half the
cases, and 24-hour pH monitoring at both the esopha-
gus and pharynx is required for the diagnosis;

c) the supraglottic symptoms may manifest in a
single category of organs (lungs, ORL, or oral cavity)
or in all the organs affected by the reflux, so that effec-
tive detection requires a detailed history covering all the
potentially affected areas of the body. In ORL practice,
4 to 10% of patients overall exhibit symptoms and/or
lesions related to GER [5]. The prevalence of torticol-
lis among the supraglottic manifestations of GER is
difficult to estimate. Sandifer syndrome is underreco-
gnized, studies are scarce, and study populations are
not representative [1-2,6].
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Torticollis is a permanent abnormal posture of the head
and neck with or without pain and may be chronic or
transient. Underlying causes include several severe
conditions, indicating that a thorough evaluation should
be performed in all patients with torticollis. Congenital
tightness of the sternomastoid muscle is the most com-
mon cause. Birth defects of the cervical spine, central
nervous system lesions, and infections (Grisel's syn-
drome) can lead to torticollis.

GER is a rare cause of torticollis. The mechanism by
which GER may lead to abnormal neck posture is
unclear. The posture may be intended to reduce pain
caused by reflux esophagitis. Neck muscle spasm in
response to acid reflux is another possibility. Onset of
Sandifer syndrome usually occurs within the first few
weeks or months after birth.

Torticollis may be permanent or paroxystic in Sandifer
syndrome and may be influenced by meals. Importantly,
the neurological evaluation and examination of the ster-
nomastoid and trapezius muscles show normal findings
[6]. Reflux symptoms (vomiting, regurgitation, pain,
and irritability after feedings) consistently antedate the
development of torticollis, and most patients are on
pharmacotherapy at the time of onset of the torticollis.
Endoscopy is of limited diagnostic value, as esophagi-
tis is often absent. Therefore, 24-hour pH monitoring
is the reference standard for the diagnosis. Very low pH
values (4 to 5) are often found over the 24-hour moni-
toring period. Esophageal manometry can be used but
requires two recordings, one distal and one proximal,
resulting in a cumbersome procedure. Although tech-
nically complex, a 24-hour pH probe equipped with an
infused cuff and integrated electrodes is valuable for
distinguishing among types of relaxation of the lower
esophageal sphincter. Uppergastrointestinal imaging,
which was performed in our patient, is not required to
confirm the diagnosis of GER but serves to evaluate
reflux severity and to look for hiatal hernia.

When Sandifer syndrome is suspected, no treatments
specific of the abnormal neck posture should be used.
Effective management of the GER is mandatory. Small
frequent feedings help to reduce the volume that is avai-
lable for reflux and to increase the periods of gastric
neutralization, although the number of postprandial
reflux events is increased also [7]. Cereal, tapioca or
pectin can be used to thicken the formula. Prokinetic
agents tid or qid increase lower esophageal sphincter
tone and accelerate gastric emptying; some of them
improve gastrointestinal motility. Antacids include
sodium alginate, coating agents, and acid secretion inhi-
bitors. Proton pump inhibitors have produced good

results [8]. The mean recommended dosage is 1.5 mg/kg
once a day. Second-generation proton pump inhibitors
ensure optimal acid-secretion inhibition for 18 to 20
hours and are highly effective in relieving GER symp-
toms [3]. Failure of appropriate pharmacotherapy and
dietary modifications should lead to an evaluation of the
need for antireflux surgery [7] using Nissen fundopli-
cature [1,6,9]. Neck posture returns to normal gradually
after resolution of the reflux.

CONCLUSION

In addition to the main causes of torticollis in pediatric
patients (congenital torticollis, birth defects, neurolo-
gical disorders, infections, and others), gastrointestinal
symptoms such as reflux should be sought carefully in
order to determine whether Sandifer syndrome is a pos-
sible diagnosis. The management consists in allevia-
ting the reflux via dietary measures, prokinetic agents,
and H2 antagonists or proton pump inhibitors. When
the treatment effect is inadequate, surgery should be
considered.
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