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Medical Memoranda

Respiratory Distress Due to
Nasopharyngeal Hamartoma

After operation recovery was immediate, and his breathing and
feeding had become normal in every way. When last seen, at the
age of 18 months, -he appeared to be a normal child.

Obstruction of the nasopharyngeal airway in young infants is
associated with restless sleep, feeding difficulties, and attacks of
breathlessness, stridor, and cyanosis (Thomson and Negus,
1948). The following report describes the case of an infant
with a rare nasopharyngeal tumour who showed all these
features, and in whom the diagnosis was delayed by a misleading
physical sign.

CASE REPORT

From the age of 1 month the patient had noisy breathing, feeding
difficulties resulting in slow weight gain, and occasional transient
cyanosis. At the age of 3 months he caught a cold and was admitted
as an emergency case with inspiratory stridor and severe respiratory
distress. Direct laryngoscopy showed moderate laryngeal oedema,
and a 4'5-mm. Jackson Rees nasoendotracheal tube was passed.
The symptoms recurred on extubation, and at a second direct
laryngoscopy prominent mucosal folds extending from the posterior
faucial pillars to the epiglottis were found. It appeared that these
might prolapse into the larynx, and they were therefore excised.
Unfortunately there was no improvement, and he was transferred to
the Middlesex Hospital with a nasoendotracheal tube in situ.
Clinical examination of the respiratory, cardiovascular, and neuro-
logical systems showed no abnormality. A nasogastric tube could
be passed easily through the opposite nostril, and the larynx by
now appeared quite normal. He did not have true micrognathia,
but his lower jaw did recede slightly. E.C.G., chest x-ray picture,
and cine barium swallow obtained with the tube briefly removed
were all normal.
On removal of the tube for a trial period the patient immediately

developed sternal retraction on inspiration and made a gurgling
inspiratory noise. During the next 48 hours he becamne drowsy and
hypotonic. During sleep there were several alarmig episodes of
transitory apnoea. Blood gas analysis on a capillary sample yielded
the following: pH 7-3, Pco2 58 mm., and standard bicarbonate
24 mEq/l. When he lay supine the airway was obstructed by his
tongue, and considerable improvement was obtained by nursing him
prone with his head suspended in an Elastoplast cap so that his
tongue fell forward (Dennison, 1965). Later he was nursed on a
frame similar to that used in Liverpool for babies with micrognathia
and giossoptosis. He had little or no respiratory difficulty when
awake in this position, but when asleep or supine hypoxia and hyper-
capnoea were found in arterial blood samples (see Table).

FIG. 1.-Nasopharyngeal hamartoma
removed at operation. The stalk is

shown at the top.

The histological report of the specimen, by Professor A. C.
Thackray, of the Bland-Sutton Institute, was as follows: " Section
shows a soldd pedunculated tumour covered by squamous epithelium.
The tumour is composed of brandhing ducts opening on so the
surface and lined partly by columnar, partly by squamous, epi-
thelium. The squamous epithelium is forming keratin pearls in

places. The epithelial elements are lying in an extensive fibrous
stroma, in which there are smal foei of cartilage and bone. The
tissues present are well differentiated, and the appearances suggest
that tlhis is a hamartomatous malformation of the glandular
mucosa " (Fig. 2).

Arterial Blood Gas Analyses

By the age of 6 months, though there had been some improve-
ment, it was not possible to wean him off the frame, and his lower
jaw by this time was well developed. A mucous nasal discharge had
been present for the previous month. A lateral x-ray film of the
skull now showed a soft-tissue mass in the nasopharynx, and it was
decided to remove the adenoids.
At operation a polypoidal structure was found arising by a short

stalk from the skull base and completely filling the nasopharynx
(Fig. 1). The stalk was divided without haemorrhage,

FIG. 2.-Part of tumour showing squamous covering epithelium at top
left-hand corner with many epithelial-lined glandular formations ad

squamous pearls in the rest of the field. The darkly stained irregular
area at the middle of the lower edge is bone. (X 25.)

COMMENT

The early literature concerning these rare congenital tumdurs
of the nasopharynx was reviewed by Kelly (1918) and Ehrich
(1945), who found 73 cases. The number of cases reported
approach 100.
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The turnours were classified by Ewing (1940) as dermoids,
teratoids, or epignathi, depending on the number of primary
germ layers represented and the gross form of the structure.
Commonly, however, the whole range of tumours are included
under the heading " nasopharyngeal teratoids," a term that
conceals the modern view that the group contains two quite
distinct pathological entities (Wright, 1958) On the one hand
are teratomata, true neoplasms composed of " multiple tissues
of kinds foreign to the- part in which they arise " (Willis, 1967),
occurring in this site as a range of structures of increasing com-
plexity and size, and seldom encountered except in association
with multiple congenital abnormalities in stillborn foetuses. On
the other hand are hamartomata, simple congenital malforma-
tions composed " exclusively of components derivable from the
local tissues " (Willis, 1968) and with no tendency to associated
congenital deformities.
Hamartomata are commoner than teratomata and occur as

the so-called hairy polypi of the nasopharynx (Foxwell and
Kelham, 1958; Bicknell, 1967). Although not invariably hair-
bearing the polyp is usually on a long pedicle attached in the
region of the nasopharynx. Hairy polyps may cause acute
respiratory obstruction immediately after birth, or feeding diffi-
culties and cyanotic attacks over a period before they are dis-
covered. Rarely they are an incidental finding in adults.
Although the pedicle may be long enough to allow the polyp
to prolapse from the lips or be swallowed temporarily into the
oesophagus, in the majority of cases it is easily identified on
looking into the mouth, where it distorts the soft palate or hangs
down behind it. The present tumour seems to have been
unusual in having a pedicle short enough to conceal it in the
nasopharynx while being large enough to cause serious symp-
toms. In retrospect these were typical of nasopharyngeal
obstruction, the features of which have been stressed lately in
accounts of chronic obstruction of the upper airway in children
leading to pulmonary hypertension, cardiomegaly, right ventri-
cular hypertrophy, and heart failure (British Medical 7ournal,
1968). In these children (aged 17 months upwards) respiration
was laboured and noisy, with poor air entry and resulting
hypoxia and hypercapnoca. There was also an unnatural
somnolence. A salient feature was that all were worse during
sleep or when lying supine.

Unfortunately in this case the diagnosis was delayed because
the nature of the stridor led to examination of the larynx and
the finding of an anatomical feature which might have been
significant. Later, at this hospital, the integrity of the upper

airway was assumed, since a Jackson Rees nasoendotracheal
tube had been passed easily through both nostrils, a classic
example that the passage of tubes and bougies is no guarantee
of physiological patency. The importance has therefore been
stressed of considering the nasal part of the airway in infants
with unexplained stridor, respiratory or feeding difficulties, and
unnatural drowsiness exaggerated by recumbency, in whom the
differential diagnosis includes enlarged adenoids, meningo-
encephalocele, nasal glioma, haemangioma, and choanal atresia.

Of interest also are the nursing methods used here. This
infant spent three weeks lying prone with his head held up in
an Elastoplast cap. This effectively prevented respiratory
obstruction and was well tolerated. The technique might be
attempted as a simpler alternative to intubation or even tracheo-
stomy in babies awaiting operation or undergoing investigation
for nasal and nasopharyngeal obstruction.

We are grateful to Mr. Douglas Ranger for permission to publish
this case, and to Professor A. C. Thackray for his histological
report.

B. D. BIRT, M.B., F.R.C.S.,
Senior Registrar, Department of Otolaryngology.

EVELINE B. KNIGHT-JONES, M.R.C.P., D.C.H.,
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