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Abstract

Diffuse	 idiopathic	 skeletal	 hyperostosis	 or	 Forestier	 disease	 is	 a	 relatively	 rare	 disease	 causing	

obstructive	symptoms	in	elderly	patients	such	as	dysphagia	which	is	the	most	common	while	symptoms	

of	upper	airway	obstruction	are	rare	�inding	and	much	rarer	is	the	dif�iculty	in	intubation	leading	to	

tracheostomy.	 The	 disease	 is	 usually	 missed	 and	 treated	 symptomatically	 and	 being	 identi�ied	

incidentally;	the	cause	almost	always	is	cervical	osteophyte	causing	compressive	symptoms.

We	present	one	such	case	of	an	elderly	male	who	ended	up	having	tracheostomy	after	being	identi�ied	

with	Forestier	disease.
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Introduction

	 Forestier	disease	or	diffuse	idiopathic	skeletal	hyperostosis	(DISH)	is	a	non-in�lammatory	disease	

leading	to	ossi�ication	and	osteophyte	formation	in	ligaments,	tendons	and	fascia	of	the	anterior	spinal	

colum	[1].	First	description	of	such	pathology	was	by	Mosher	in	1926	who	described	a	case	of	dysphagia	

secondary	to	cervical	spine	oseteophyte	[2],	1938	Iglauer	reported	excision	of	cervical	osteophyte	in	a	

similar	 case	 [3]	 while	 Foriester	 coined	 the	 term	 ankylosing	 disease	 of	 spine	 or	 senile	 ankylosis	

hyperostosis	(Forestier	disease)	for	such	cases	[4].	Resnick	and	Niwayama	in	1970	set	a	classi�ication	

criteria	requiring	involvement	of	at	least	four	continuous	vertebral	bodies,	preserved	intervertebral	disc	

space	,	absence	of	apophyseal	joints	or	sacroiliac	in�lammatory	changes.	They	termed	this	condition	DISH	

[5].	Other	critera	by	Julkunen	and	Ultsinger	has	also	has	been	proposed	for	this	condition	[6,7].	DISH	is	

usually	 seen	 in	 elderly	 while	 male	 to	 female	 ratio	 is	 3:1	 [8,9].	 Clinical	 examination	 is	 usually	

unremarkable	 and	 patients	 are	 identi�ied	 incidentally	 on	 routine	 neck	 X-rays	 performed	 for	 other	

reasons.	Ossi�ication	and	excessive	calci�ic	changes	 in	 longitudinal	 ligament	at	C-spine	may	result	 in	

dysphagia	while	dyspnea	or	dysphonia	is	a	rare	�inding	[9].

	 We	 report	 a	 similar	 case	 in	which	 patient	 underwent	 emergency	 tracheostomy	 after	 trial	 of	

intubation	failed.	We	believe	there	are	only	few	case	reports	in	literature	with	patient	having	dif�iculty	

intubation	secondary	to	cervical	osteophyte.
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Case	Presentation

	 A	73	years	old	diabetic,	hypertensive	male	presented	with	history	of	back	pain,	on	and	off	fever,	

inability	to	walk	properly	and	progressive	weakness	of	dorsi�lexion	of	left	foot.	Patient	was	admitted	to	

the	hospital	and	diagnosed	to	have	spondylodiscitis	with	brucellosis	having	subdural	abscess	at	the	level	

of	L3	and	L4	vertebrae	on	x-ray.	So	patient	underwent	decompression	of	the	spinal	canal	and	drainage	of	

subdural	abscess,	and	was	intubated	with	some	dif�iculty.	In	the	post-operative	period,	ENT	consult	was	

generated	to	re-evaluate	patient	for	mild	dif�iculty	in	swallowing	and	snoring	while	patient	denied	any	

dysphonia,	or	dif�iculty	breathing.	Flexible	�iber	optic	endoscope	showed	a	signi�icant	bulge	of	posterior	

pharyngeal	wall	opposing	the	epiglottis	but	bilateral	vocal	cords	were	mobile.	A	CT	scan	of	cervical	spine	

showed	marked	compression	effect	of	the	larynx	and	the	esophagus	from	the	level	of	C2	to	the	level	of	C6	

due	to	osteophytes	formation	'double	beak	sign'	(�igures	1	and	2).

	 Plan	was	made	to	admit	the	patient	in	another	occasion	for	the	decompression	of	the	C-spine	

osteophytes	after	the	brucella	infection	had	subsided.	8	weeks	later,	patient	was	re-admitted	for	cervical	

osteophytes	decompression.

	 After	routine	pre-operative	work	up	and	informed	consent	from	the	patient,	he	was	taken	to	the	

operating	 room	 for	 cervical	 osteophytes	 decompression	 by	 orthopedic	 spine	 surgeon.	 After	 trial	 of	

intubation	which	remained	failed,	ENT	team	was	called	upon	for	an	emergency	tracheostomy	which	was	

performed	in	usual	fashion	under	local	anasthesia.	After	securing	the	airway,	spine	surgeon	proceeded	

for	decompression	of	the	osteophytes	from	C2	to	C6	through	right	anterior	neck	approach.	There	were	no	

intraoperative	or	post-operative	complications	apart	from	mild	weakness	of	the	right	vocal	cord	which	

recovered	completely	in	three	weeks	time.	The	patient	was	observed	for	two	days	in	the	ICU	and	after	that	

he	was	shifted	to	the	general	surgical	ward	in	which	he	received	a	regular	tracheostomy	care	and	feeding	

through	the	nasogastric	tube.	The	tracheostomy	tube	was	removed	after	one	week	of	operation	and	the	

patient	started	on	oral	diet	;	progressing	from	liquid	to	soft	and	then	regular	diet.	1	week	after,	patient	was	
thdischarged	on	7 	post-op	day	after	achieving	complete	recovery.	Patient	was	seen	on	�irst	follow-up	after	

four	weeks	and	found	to	have	complete	recovery	of	airway	obstruction	and	dysphagia.	Now	patient	is	on	

regular	follow-up	with	spinal	surgeon	and	no	new	ENT	complains	were	identi�ied.

Discussion

	 Forestier	disease	or	DISH	still	remains	a	pathology	of	unknown	origin	but	has	been	correlated	

with	diabetes	 ,hypercholesteremia,	gout	and	obesity.	Though	asymptomatic	 it	may	present	with	GIT,	

Respiratory,	 Neurological	 and	 spinal	 instability	 [9].	 These	 symptoms	 are	 masked	 and	 treated	 only	

symptomatically	till	the	time	a	radiological	evidence	is	acquired	for	another	reason	[10].

	 Cervical	and	thoracic	region	are	the	most	common	affected	sites	while	male	being	more	affected	
th thpresents	in	their	6 	or	7 	decade	of	life	[8].	Differential	diagnosis	usually	includes	ankylosing	Spondylitis	

and	spondylosis	deformans.	Other	conditions	described	in	literature	to	be	associated	with	DISH	include	

gout,	 rheumatoid	 arthritis,	 pagets	 disease	 and	 chondrocalcinosis	 [11].	 Due	 to	 nonspeci�ic	 clinical	

symptoms	radiological	 investigations	are	crucial	to	identify	the	disease	such	as	plain	cervical	X-rays,	

Computed	 tomopraphy	 (CT)	and	Magnetic	 resonance	 imaging	 (MRI).	 Speech,	 swallowing	evaluation	

along	with	Upper	GI	and	Respiratory	tract	endoscopies	are	routinely	performed	but	with	caution	to	rule				
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out	lesions	in	the	same	[11].	No	speci�ic	treatment	is	available	till	date	to	halt	the	progression	of	disease	

process	[8].	The	Treatment	protocol	can	be	broadly	divided	into	conservative	and	surgical	modalities,	the	

former	 includes	physical	 therapies	 (chiropractic,	 acupuncture)	 improving	 range	of	movements	with	

spinal	 stiffness,	 pharmacological	 (NSAID,	 Muscle	 relaxant,	 Glucocorticoid	 bolus)	 and	 dietary	

modi�ication	have	also	been	tried.	Surgical	intervention	is	reserved	for	failure	cases;	this	usually	includes	

procedures	such	as	osteophytectomy	and	feeding	tube	insertions	[1],	while	tracheostomy	is	reserved	for	

cases	in	which	intubation	is	dif�icult	or	not	possible	[12,	13,	14].

	 C1	and	C7	osteophytectomy	in	recent	 literature	is	the	only	treatment	which	shows	promising	

result	in	term	of	resolution	of	aero	digestive	symptoms	when	conservative	treatment	has	failed;	while	

complications	may	range	from	recurrent	laryngeal	nerve	injury,	Horner's	syndrome,	cervical	instability	

to	 persistence	 of	 symptoms	 [14].	 Osteophytectomy	 (cervical)	 approaches	 can	 be	 anterolateral,	

posterolateral,	or	transoral	with	later	being	aesthetically	more	pleasing	but	surgically	more	challenging	

in	terms	of	exposure	[15].

Conclusion

	 DISH/Foresteir	Disease	as	a	cause	of	dysphagia	in	elderly	is	well	de�ined	in	the	literature	but	is	an	

unsuspected	entity	for	dif�icult	airways	in	operating	room	and	could	pose	an	airway	threat	to	anesthesia	

team	 during	 intubation	 of	 elderly	 patients.	 We	 recommend	 that	 in	 such	 patients	 undergoing	 any	

procedure	under	G/A,	back	up	tracheostomy	plan	should	always	be	included	while	elderly	patients	with	

dysphagia	should	be	evaluated	 for	DISH	and	one	must	rule	out	DISH	and	cervical	osteophytes	 in	all	

patients	with	dif�icult	airway	in	elderly	patients.

Figures
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